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Abstract

People with profound intellectual disabilities are often not recognised or included in research. This

thesis aims to explore their experiences and those of people who care for them.

A systematic literature review explores the use of multi-sensory storytelling (MSST) with
people with profound intellectual disabilities. There is currently limited guidance on interventions for
this population and this review aims to explore the possibility of MSST being used therapeutically. A
mixed methods review was completed with four databases and three grey literature sources. Data
quality was assessed, and an integrated convergent approach was used to synthesis data. Data was
extracted verbatim and thematic analysis was conducted. Seven papers were included. Four themes
emerged from thematic analysis: MSST is beneficial for people with profound intellectual disabilities,
storytellers benefit from MSST, there is mutual enjoyment of MSST and factors to consider when
developing, implementing and evaluating MSST. The findings indicate MSST is potentially a feasible
and acceptable therapeutic intervention for people with profound intellectual disabilities and should

be considered in future research.

The empirical chapter explores the lived experience of mothers with a first-born child, who has
profound intellectual disabilities and their decision to have more children. Seven participants were
interviewed about their experiences. Transcripts were analysed qualitatively using interpretative
phenomenological analysis. Six group experiential themes emerged: ‘Grief and loss driving you to
have another child’, ‘Isolation from the world around you’, ‘The burden of care splits you in two’,
‘The weight of responsibility of bringing another child into the world when your first has profound
intellectual disabilities’, ‘Finding meaningful support is down to you’ and ‘Siblings heal and bring joy’.
The findings highlight difficulties faced by mothers, demonstrating the need for professional support

and the importance of peers for coping strategies and building resilience.

Keywords: Profound Intellectual Disabilities, Multi-Sensory Storytelling, Systematic Review, Mothers,

Children, Interpretative Phenomenological Analysis
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Definitions and Abbreviations

‘MSST’ stands for multi-sensory storytelling. This abbreviation has been
used throughout chapter 2 in the systematic review. MSST are a
combination of text and stimulus that provide sensory experiences for
the person listening. Text and stimulus are presented together. The
stimulus will provide opportunities to look, touch, hear, smell, see, and
taste for the listener. They have been developed in educational settings
to provide inclusive literacy opportunities for people with profound

intellectual disabilities.
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1 Bridging Chapter

This chapter will introduce you to the systematic review and empirical chapters of this thesis.
It will share the aims and rationale for both chapters within the wider systemic context. The
ontological position and epistemological stance will be shared to offer explanations of
methodological decisions which were outside the purview of the selected journal guidelines. The
axiological positioning of the author and their reflexivity are then discussed to demonstrate how this
was managed ethically whilst conducting the research. Finally, plans for dissemination will be shared,

including reasoning for the choice of journal, exploring how its values align with the authors.

1.1 Aims and Rationale

The aim of this thesis was to explore the lived experience of people with profound
intellectual disabilities, mothers who care for them and those who support them. Given the broad
criteria outlined in the DSM5 (American Psychiatric Association [APA], 2013) and the complex
variation in phenotypic presentation there is a huge range of diversity, but they all have a profound
intellectual disability in common, (British Psychological Society [BPS], 2016), an |Q below 20-25 or a
developmental age of two to three years (Maes et al., 2020). Despite these challenges people with
profound intellectual disabilities still enjoy relationships with family, carers and those who are
familiar to them, initiating and responding to social interactions through gestures and emotional cues

(APA, 2013).

Historically researchers have struggled to include people with profound intellectual
disabilities meaningfully in studies due to identifying the defining characteristics, recruitment,
specific instruments to collect data, data analysis and ethics, including issues of informed consent
(Maes et al., 2020). Whilst this body of work hopes to illuminate experiences of people with
profound intellectual disabilities and those who care for them, the author recognises the limitations
it has in embracing the concept of ‘being with’ people with profound intellectual disabilities from the
inception of the studies, due not only to the time constraints, and wider systemic issues impacting
inclusive research (de Haas et al., 2022). However, it strives to explore the experiences of mothers of
children with profound intellectual disabilities and how person-centered individualised activities can

make meaningful impact in real life.

The covid-19 pandemic shone a light in the UK on the abandonment of those with
intellectual disabilities, their vulnerabilities (Shakespeare et al., 2021) and wider societies’ perception
of them as disposable (Goodley, 2023). This concept of ‘otherness’ and ‘less than’ stems from the
Western notion of self being autonomous, independent center of thought and agency (Davy 2019).
This research hopes to move away from this concept of ideal self and consider relational approaches

within the feminist theory of ethics of care, where interpersonal relationships are essential in the
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development of sense of self and independence. Davy (2019) proposes that “neither autonomy nor
care is privileged, but both are in service of the other: autonomy cannot be enabled without care,
and care cannot be enabling without respect for autonomy” (p.102). This not only challenges the way
in which we view those who require care, but also those who provide it. Caring roles both
professional and unpaid typically fall to women across society (Baldwin & Twigg, 2024). Feminist
theory of ethics of care aims to explore the power imbalances associated with the provision of care,
and the implications it has for women in the role of carer in wider western society that does not
value disability or care (Davy, 2019). Critics of care ethics frequently come from fellow feminists who
argue that it will perpetuate the oppression of women in under-valued caring roles, promoting self-
sacrifice which is detrimental to the feminist movement (Cawston & Archer, 2018). Hampton (2018),
argued that the feminist theory on ethics of care perpetuates gendered roles in society, encouraging
women to subjugate themselves to undervalued care roles, to appease and prioritise men within the
patriarchal structures of society. However, to view this in a two-dimensional way, only considering
gender, is shortsighted. To fully explore the complexities of the ethics of care one must approach
from a position of intersectionality, considering how other parts of a person’s identity influence their
relation to care, including age, class, education and ethnicity, to name but a few. Therefore, the
empirical chapter of this thesis aligns itself with the exploration of the role of care and its relational
nature, hoping to explore the experiences of mothers caring for children, who belong to one of the

most marginalised groups in society.

The systematic review paper also recognises the importance of understanding the relational
experience provided by multi-sensory storytelling for people with profound intellectual disabilities
and those who care for them. Research indicates that consistency of care is key to carers developing
skilled communication with the people they support, leading to better standards of care for people
with intellectual disabilities (Nijhof et al., 2024). This review aims to understand the potential
benefits of multi-sensory storytelling and whether, or how it promotes communication,
understanding and knowledge. Furthermore, it invites the reader to consider the possible
functionality of multi-sensory storytelling as a therapeutic approach for people with profound
intellectual disabilities. Given the current lack of guidance by the National Institute for Health Care
and Excellence (NICE) (NICE, 2016) and the BPS (BPS, 2016) for psychological interventions for this
population, reduction in benefits (Able2UK, 2025) and wider systemic discrimination (Goodley, 2023;
Shakespeare et al., 2021), attention from the clinical psychology profession is pertinent to support

this marginalised minority.

1.2 Ontology and Epistemology
Both the systematic review and the empirical chapters use qualitative methodologies,
thematic synthesis, and interpretative phenomenological analysis (IPA) respectively. The author

approached both papers from an individual relativist ontological position. This ontological stance
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views reality as an unfixed entity, which is constructed by individual and collective experiences

(Pretorius, 2024).

Further, both chapters’ methodology followed the epistemology of interpretivism, where
knowledge is subjectively constructed in the mind of the individual based on their personal
experiences and interpretations of these (William, 2024). From the researcher’s perspective we
cannot objectively define this knowledge, but we can interpret and make meaning from the
understanding the individual has made of their own experiences (Pretorius, 2024). Therefore, it is
important to highlight the subjectivity of research positing an interpretivist epistemology (William,
2024), where there is the double hermeneutic of the researcher interpreting the meaning made by

the participant of their own lived experience (Pretorius, 2024).

The methodological approaches employed for each paper reflected an individual relativist
ontology and interpretivist epistemology (Pretorius, 2024). IPA (Smith & Nizza, 2022) was selected
for the empirical as it enabled the use of semi-structured interviews to explore individuals subjective
experience and meaning, a methodology aligned with an interpretative epistemology (William,
2024). Whilst thematic synthesis (Thomas & Harden, 2008) was selected for secondary data analysis
in the systematic review. Whilst the systematic review was approached from an interpretivist
epistemology there is an element of constructivism. To understand a person with profound
intellectual disabilities experience of multi-sensory storytelling, data based on the interpretations of
the person supporting them was analysed, creating a triple hermeneutic. That is, the interviewees
have shared an experience of multi-sensory storytelling with a person with profound intellectual
disabilities, and they are verbally reporting their interpretations of the interaction and the meaning
made, which included their perspective of what the person with profound intellectual disabilities
experienced. So, the researcher’s interpretation is based on the interpretation of a constructivist
social interaction (William, 2024) between storyteller and listener. Given the scant research on this
population, a systematic review including mixed methodological studies was deemed appropriate.
Given the complexity of integrating quantitative and qualitative data, findings were extracted
verbatim from included papers to promote fidelity to the results during analysis (Lizarondo et al.,
2025). Data analysis followed an iterative process, where multiple readings of data and how
emerging themes reflected the data were undertaken. Following this, themes were shared and

discussed with the wider research team to ensure an accurate representation of the data.

1.3 Reflexivity, Axiology and Ethics

Reflexivity is a key component of qualitative, interpretivist and constructivist research
(William, 2024; Pretorius, 2024). It pertains to a level of self-awareness whilst actively participating in
the process of research (Palaganas et al., 2017). As a key aspect of qualitative methodology, the

author used supervision and a reflective diary to help maintain an awareness of my own thoughts,
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beliefs, and feelings, to ensure this was not influencing the outcomes (Smith & Nizza, 2022). An
essential aspect of reflexivity is understanding my axiological position, that is, how the values | hold
influenced the research and findings (Pretorius, 2024). Part of this is sharing my own personal

experiences, beliefs and values to ensure transparency.

My previous experience of working with people with intellectual disabilities was an integral
motivation for wanting to complete this research. With over twenty years’ experience working across
contexts, settings, and lifespan | witnessed firsthand how marginalised people with intellectual
disabilities are, especially those with complex, profound and multiple disabilities. Initially | had hoped
to conduct primary research on multi-sensory storytelling, that collaborated with people with
profound intellectual disabilities, via proxies, if necessary, from inception. This was based on my time
spent as a teaching assistant in a special educational needs school where sensory approaches and
storytelling was pervasive across the school, curriculum and ages within the school. | saw how
exploring sensory experiences through stories supported participation, accessibility, learning,
relationships and enjoyment. However, the rigorous ethical scrutiny combined with the time
restraints of the course made bringing this project to life very difficult. | fully understand the
importance of this thorough ethical assessment, but | had to balance this with completing the
academic requirements within the deadline set by the course. | therefore decided to complete a

review of the extant literature documenting research into multi-sensory storytelling.

Through my work and social connections, | have seen the challenges faced by families whose
children have profound intellectual disabilities at both an individual level and at a family unit level.
My own journey of motherhood included one of my children receiving a diagnosis during completion
of the research. This made me think more deeply about the impact of diagnosis and disability on
mothers and the wider family. Particularly how women decide whether to go on and have further
children given the complexity of their experiences of motherhood. To manage this and hold other
viewpoints in mind reflexive diaries were kept throughout the process, experts by experience were
consulted, the author attended peer supervision with other IPA researchers and regular supervision

with the wider research team occurred.

As an intersectional feminist | am aware of the many opportunities | have. | recognised that |
could create a space to amplify the voices of other women whose motherhood has been shaped by
children with profound intellectual disabilities (Lépez Radrigan et al., 2025). | hope that this research
will have real world impact for not only the women who shared their experiences, but also for the

children they love and care for.
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1.4 Dissemination Plan

This thesis comprises of two further chapters, both of which have been written with the
intention of publishing in peer-reviewed journals. The journal | hope to submit to is the ‘Journal of
Applied Research in Intellectual Disabilities’ (JARID). Therefore, the chapters have been written to
this journal’s authors guidance (see supplementary material 1 for author guidelines). JARID is a peer-
reviewed journal based in the UK aiming at an international, multi-disciplinary readership on
intellectual disabilities, making it a suitable choice for both the empirical and systematic review
paper. It covers topics including quality of life, communication, family issues, mental health, staff

training and service provision. All of these are applicable to both chapters in this thesis.

Choosing JARID was also due to their approach to the use of person-first language following
consultancy with people who have lived experience of intellectual disabilities. This aligned with my
values of promoting all people as valued members of the scientific community and wider society.
JARID stipulates that through consultation people with intellectual disabilities do not like to be
referred to as abbreviations or acronyms and therefore they should be referred to in full person-first
language. Following examples of other published articles in JARID | have referred to people with
profound intellectual and multiple disabilities as people with profound intellectual disabilities

throughout both chapters, for consistency and readability.

JARID requires a lay summary to be included when submitting a paper for publication. | like
the inclusion of this as standard across the publication to increase accessibility of research to all
people, including those with intellectual disabilities. The open access option for JARID is important
when considering the availability of the findings to those in the wider community of intellectual

disabilities and not just those working in research.

Further dissemination will be pursued through an oral presentation of the empirical paper at

the British Psychological Faculty for Intellectual Disabilities in May 2026.
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2  Multi-Sensory Storytelling for People With Profound Intellectual Disabilities: A

Systematic Literature Review

This paper has been prepared in the format required for the Journal of Applied Research in

Intellectual Disabilities.

2.1 Abstract
Background: There is limited guidance on therapeutic interventions for people with profound
intellectual disabilities. This review aimed to explore key outcomes of multi-sensory storytelling

(MSST) with this population and those supporting them.

Method: A mixed methods systematic literature review was completed of four databases and three
grey literature sources where MSST was used with people with profound intellectual disabilities.
Data quality was assessed, and an integrated convergent approach was used to synthesis data. Data

was extracted verbatim and thematic synthesis was conducted.

Results: Seven papers were included. Four themes emerged from thematic analysis: MSST is
beneficial for people with profound intellectual disabilities; storytellers benefit from MSST; there is
mutual enjoyment of MSST; and factors to consider when developing, implementing and evaluating

MSST.

Conclusions: Findings indicate the feasibility and acceptability of MSST as a possible therapeutic
intervention for people with profound intellectual disabilities. MSST should be considered in future

research.

2.2 Accessible Summary

- Professionals have little guidance about how to support people with profound intellectual
disabilities and their mental health.

- Multi-sensory storytelling is used in educational settings and could be useful in helping people
with profound intellectual disabilities with their mental health.

- Multi-sensory storytelling is useful for the person with profound intellectual disabilities, the
person supporting them, and both can find it enjoyable.

- Future research should explore how multi-sensory storytelling can be used to improve mental

health services for people with profound intellectual disabilities.
KEYWORDS

Profound Intellectual Disabilities, Multi-Sensory Storytelling, Systematic Review
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2.3 Introduction

People with profound intellectual disabilities are a heterogenous group primarily identified
by a severe intellectual disability (British Psychological Society [BPS], 2015). As a group they are
severely limited in their ability to communicate with, and understand, others (Bellamy, 2010). Their
communication is often focused on needs or wants and described as being pre-symbolic, using
behaviour, gestures, eye pointing, body language and limited use of symbols or very simple language
(Colley, 2020). They have more than one disability, which may include sensory or physical
disabilities, complex physical health needs or mental health difficulties (MENCAP, 2024). These
physical disabilities and medical conditions often lead to people being wheelchair users (Colley,
2020) and can often present with behaviours that challenge, are harmful or are counterproductive,
including self-injury (American Psychiatric Association [APA], 2013). There is a lack of certainty about
global prevalence rates. Within the UK there are estimated to be 75,000 people with profound
intellectual disabilities (University of Cambridge, 2024), this is approximately 0.11% of the
population (based in the Office for National Statistics population estimates at the mid 2021 census)
(Office for National Statistics, 2022). The number of people with profound intellectual disabilities in
the UK, and globally, is likely to rise due to advances in both neo-natal care and other medical

disciplines (Colley, 2020).

Those with profound intellectual disabilities are a minority within a minoritised group of
those with intellectual disabilities. They face further marginalisation due to wider systems in western
society viewing them as disposable and a lack of appropriate care throughout guidance from
governing bodies (Goodley, 2023). There are, however, numerous passionate practitioners working
with this population. The work of people like Dave Hewett and Melanie Nind, who developed
intensive interaction in the 1980’s, has gone on to be a beneficial intervention for people with
profound intellectual disabilities (Jefferies, 2009), with potential to reduce the likelihood of trauma
and as a restorative intervention (Samuel & Doswell, 2021). However, challenges remain
demonstrating the effectiveness of intensive interaction due to conducting ethically sound research
which adheres to methodological rigor and transparent reporting (Hutchinson & Bodicoat, 2015).
Research with people with profound intellectual disabilities continues through UK-based
organisations like Promoting a More Inclusive Society (PAMIS) and the Tizzard Centre. However,
historically this has not been translated more broadly into publications in peer reviewed journals.
This may be due to difficulties in conducting research inclusively with this population (de Haas et al.,
2022). Developments in the application of inclusive methodologies such as photovoice (Chinn &
Balota, 2023) within this population gives hope to increased production of inclusive research and

therefore a growing body of evidence.
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There is very limited guidance on therapeutic interventions for people with profound
intellectual disabilities. Those that are recommended are typically indirect interventions through
proxies, parenting interventions (National Institute for Health and Care Excellence [NICE], 2016) and
systemic family therapy (BPS, 2016). Whilst positive behaviour plans may include some direct
interventions there are currently no direct psychological interventions recommended by the NICE
guidelines specifically for individuals with profound intellectual disabilities (NICE, 2016). The BPS
guidance (2016) recommends music therapy as a direct intervention, but this would have limitations
for those who have sound sensitivities. The lack of research pertaining to people with profound
intellectual disabilitie’s psychological wellbeing may be due to professionals prioritising managing
their physical health in the context of potentially multiple life limiting conditions, over their

emotional and wellbeing needs.

The program Stopping the Over Medication of People with a learning disability and autistic
people (STOMP) is a priority within the NHS Long Term Plan for services across NHS England
(National Health Service [NHS] England, 2024). STOMP highlights the need for professionals to
consider other treatments before prescribing medication. This gives precedence to the identification
and development of effective therapeutic interventions for this population. In the Special
Educational Needs and Disability code of practice for 0—25-year-olds (Department for Education &
Department of Health and Social Care, 2015) those with profound intellectual disabilities are only
explicitly mentioned once in relation to needing additional support with their cognition and learning.
Whilst guidance states there should be mental health provision from a multi-disciplinary team for
those with an intellectual disability, it does not mention the specific needs of those with profound

intellectual disabilities or propose how these should be met.

It is estimated 40% of adults and 36% of children with an intellectual disability experience
mental health difficulties; this is higher than for the general population (NICE, 2016). The BPS
identify profound intellectual disabilities as a factor associated with mental ill-health (BPS, 2016).
They highlight that a higher number of GP appointments, living with a paid carer, and urinary
incontinence are factors associated with poor mental health, (BPS, 2016), all of which may be more
common for this population. However, having a severe physical disability or immobility was not
associated with mental health difficulties (BPS, 2016). It is unclear if this is due to an absence of
mental health issues, inadequate measures for this population, or this population not meeting the
diagnostic criteria for mental health diagnoses, due to diagnostic criteria being written for a typically

developing population.

This lack of knowledge and understanding about how to psychologically support people with

profound intellectual disabilities is reflected in the literature. There is a scarcity of research exploring
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the life, experiences, and worlds of those with profound intellectual disabilities, with them often
being excluded entirely (Kellet & Nind, 2014). There is recognition and a movement towards
research becoming more inclusive to those with profound intellectual disabilities, not only for
participation, but in designing and conducting (de Haas et al., 2022). It is also important to examine
the current available literature, to help improve care and better understand how clinical psychology

can support people with profound intellectual disabilities.

2.3.1 Multi-Sensory Storytelling

Story telling is an ancient creative art form which allows people of all ages to enjoy new
experiences, ideas, learn, understand other perspectives, develop imagination and empathy (Grove,
2022). In typical populations of young people storytelling has been shown to increase psychological
resilience (Ramamurthy et al., 2024), reduce anxiety (Abdi et al., 2025), and improve self-regulation
(Tillott et al., 2024). Picture books have been shown to be educational and to promote health by
supporting adaptive coping strategies for young people who have been newly diagnosed with

potentially traumatic conditions (McKeon et al., 2025).

Research has also demonstrated that reading books has a positive impact on the wellbeing,
development and social inclusion for people with profound intellectual disabilities (Robinson et al.,
2019). Robinson et al., (2019) reported inclusive literature, such as sensory stories, creates

meaningful and gratifying exchanges for people participating in reading books.

Senses allow people to develop self-awareness and experience the world around them
(Nesayan et al., 2018). For humans to be able to learn and adapt behaviour they need to be able to
process and integrate sensations received externally and from their internal world (Bundy & Lane,
2022). There is a lack of research on how a profound intellectual disability affects sensory
experiences (Agostine et al., 2022). However, given the types of impairment frequently seen within
this population it is likely it has a significant impact on their ability to access sensory experiences and
process them. Agostine et al., (2022), provide an example where “limited gross motor movement
restricts opportunity to explore the environment, which leads to limited sensorimotor experience
needed to make sense of objects. This then delays fine motor skill development and restricts play,
which further restricts sensory development” (pp. 3). The inability to access and interact with
sensory experiences will not only impact people’s neurological development, but it will shape their
ability to engage with life and learn (Grace, 2023). Humpheson (2024) also reported the use of
sensory approaches with people who have profound intellectual disabilities supports improved

positive cognitive, emotional and social outcomes.
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Multi-sensory storytelling (MSST) provides the opportunity for people with profound
intellectual disabilities to engage with stories through a combination of narrative and sensory stimuli
(Fuller, 2022). In MSST between six and eight sensory stimuli are mounted on a neutral-coloured
laminated board for maximum visual acuity and opportunities for exploration (Lambe et al., 2022).
Each of these ‘pages’ are accompanied by one or two sentences which directly relate to the
presented stimuli (Lambe et al., 2022) and typically last about three minutes (ten Brug et al., 2016).
All the ‘pages’ and text are stored in a box with a visual and tactile stimulus on the outside, which
signals to the person with profound intellectual disabilities the MSST is about to occur (Lambe et al.,
2022). The sensory stimuli should be presented with equal value to the words chosen (Grace 2023).
Grace (2014) proposes MSST should be shared as a social experience, not just as a form of therapy.
Whilst this may be true, exploring the potential outcomes of MSST could be valuable for clinical
psychologists in understanding and developing therapeutic interventions for people with profound
intellectual disabilities. Whilst MSST has been included in broader reviews, to date there have been

no systematic reviews exploring MSST.

2.3.2 Aim
To examine and describe the key outcomes of MSST for people with profound intellectual

disabilities and those supporting them.

2.4 Method

This systematic review followed Preferred Reporting Items for Systematic Reviews and
Meta-Analyses (PRISMA) (Page et al., 2021). It was conducted in line with Hong et al’s., (2017),
guidance for the convergent integrated synthesis design for reviewing mixed methods studies. The

review protocol was registered on the PROSPERO website (CRD42024599801).

2.4.1 Eligibility Criteria

Cooke et al’s., (2012) search strategy for mixed methods was employed to structure this
thematic synthesis of a mixed methods systematic review. This strategy includes Sample;
Phenomenon of Interest; Design; Evaluation; Research type, (SPIDER), see Table 1, (Cooke et al.,
2012). The following inclusion criteria were applied to the literature search. The sample included
people with profound intellectual disabilities. No age restrictions were applied as it is a lifelong
condition. The phenomenon of interest was the experiences and outcomes for those with a
profound intellectual disability and those supporting them when participating in MSST. For design
qualitative, quantitative and mixed methods were included. The research could have been
conducted in any context, including, but not limited to, educational, residential, clinical, hospital,
and community settings. Evaluation included any reported qualitative experience reported by

participants and any outcomes reported in quantitative results. For research type published and
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unpublished studies in the English language were included. Due to a potential paucity in research in

this area no cut-off date was employed. Studies from all disciplines would be included due to the

small literature base. Papers were excluded if they were a systematic review, conceptual opinion

piece or not written in the English language.

Table 1

Application of SPIDER search strategy tool (Cooke et al., 2012) for eligibility criteria

Element of Search Strategy

Inclusion Criteria

Exclusion Criteria

Sample

Phenomenon of Interest

Design

Evaluation

Research type

People with profound intellectual
disabilities.

No age restriction.

Experience of MSST.

Qualitative, quantitative, mixed
methods, single case designs.

Any reported qualitative
experience reported by
participants and any outcomes
reported in quantitative results.

Any context, including, but not
limited to, educational,
residential, clinical, hospital, and
community settings.

No cutoff date.

Papers from all disciplines.

Any papers which do not include
people with profound intellectual
disabilities.

Not exploring the experience of
MSST.

Not applicable

Not applicable

Systematic review, conceptual
opinion piece or not written in
the English Language.

Note. MSST = multi-sensory storytelling

2.4.2 Information Sources

A comprehensive search for studies was completed in October 2024 across the following

databases: CINAHL; PsycInfo; PsycArticles; and Web of Science. Searches of Pro Quest and PUBMED

to incorporate grey literature to reduce publication bias (Paez, 2017). This search was repeated in

January 2025 to capture any papers published after October 2024 in the final analysis.

2.4.3 Search Strategy

The development of search terms utilized the Sample and Phenomenon of Interest from the

SPIDER acronym (Cooke et al., 2012), and combined using the appropriate Boolean operators, ‘OR’

and ‘AND’. Initial search terms were identified by the primary researcher, followed by a consultation

with a university librarian to expand the terms to ensure terminology encompassed cultural and

temporal nuances (see Table 2). Due to a paucity in research exploring the experiences of those with
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a profound intellectual disability the search terms were kept as broad as possible to capture all

relevant research within the search.
Table 2

Search Terms

Sample Phenomenon of Interest

“learning disabilit*” OR “profound and multiple  “multi-sensory story telling” OR “multi-sensory
learning disabilit*” OR “PMLD” OR “profound storytelling” OR “multisensory story telling” OR
intellectual and multiple learning disabilit*” OR  “multisensory storytelling” OR “sensory stor*”

“PIMD” OR “severe learning disabilit*” OR OR “sensory storytelling”

“multiply handicapped” OR “multiply disabled”

OR “intellectual retardation” OR “profound

disorder of intellectual development” OR

“profound intellectual disability*”

2.4.4 Study Selection

Following searches data was screened and selected in accordance with the PRISMA guidance

(Page et al., 2021) and is presented in Figure 1.
Figure 1

PRISMA Diagram for Inclusion Process
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An initial search of four electronic databases identified thirty papers: CINAHL (n=5),
psycINFO (n = 10), psycARTICLES (n = 0), and Web of Science (n = 15). Searches of grey literature
sources identified a further twenty-three papers: PUBMED (n = 4) and Pro Quest (n = 19). The
included full text studies were hand searched for additional relevant papers. This did not result in
any further papers being identified. Duplicates were removed (n = 31) via Rayyan and remaining
articles were checked by hand for further duplications (n = 0). There were twenty-two papers from
electronic databases and grey literature to screen title and abstract. Due to the small numbers of
potentially relevant papers at this stage 60% (n = 13) were randomly selected to be independently
screened by a second reviewer (McDonagh et al., 2013). Following screening for title and abstract
eight papers were identified for full text screening. Of these papers one was selected for full text
screening due to being unable to establish eligibility based on the title and abstract alone. At full text
screening this paper was removed due to the intervention looking at the adherence to delivery
structure of MSST, not the outcomes. There were seven papers identified at full text screening to

include in the review. 100% papers were screened by a second reviewer (Stoll et al., 2019).
2.4.5 Characteristics of Included Research Papers

Seven papers reported studies including children and adults with profound intellectual
disabilities and their care giver. These papers were conducted in the United Kingdom (n = 2),
Belgium (n = 1), Netherlands (n = 1) and three recruiting participants from across both Belgium and
Netherlands (n = 3). Six papers included dyads of a care giver and a person with profound intellectual
disabilities (total n = 179). The seventh paper’s sample included 27 school-based professionals, 18 of
whom went on to be observed. This gave an overall total of 385 participants across all seven papers.
Four papers observed and coded video recordings of predetermined sessions within the intervention
schedule. Two papers combined this with qualitative data from the care giver. One paper completed
observations and conducted semi-structured interviews. (See Table 3 for further information on
included papers). Preece & Zhao’s (2015) study was conducted at an education setting where there
was a range of special educational needs, including profound intellectual disabilities, multiple
disabilities and visual impairments, severe intellectual disabilities, social, emotional and behavioural
difficulties and visual impairment and autism. When scrutinising the samples’ descriptive
characteristics it appeared it was predominantly comprised of young people with profound
intellectual disabilities. It was not possible to extract data specifically related to this group but given
the complexity around the clarity of definition of profound intellectual disabilities, and the lack of

research in this area, it was decided to include these findings.
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Table 3

Reviewed Research Papers

Study Aims and design Intervention Participants Setting and country
Penne et al., To explore possibility of describing staff interactive ~ MSST training. 20 dyads. Professional Settings associated with
(2012) style during MISST using a global coding tool. MSST developed.  caregiver and person with centre of expertise in
Within subjects repeated measures. MSST delivered. profound intellectual disability profound intellectual
Sessions 1, 5, and 10 video recorded and coded. (young people and adults). disabilities. Belgium.
Preece & Zhao, To explore how MSST are used within classrooms MSST delivered. 27 school-based professionals  Schools for special
(2015) and schools. What opportunities do MSST provide interviewed. educational needs.
and what factors affect its use. 18 teachers observed using England.
Exploratory case study. MSST with young people,
Mixed methods — semi structured Interviews and majority with profound
observations of practice. intellectual disabilities.
ten Brug et al.,, Explore if knowledge is gained from MSST and if so, MSST training. 3 dyads. Centre for special education
(2013) what kind of knowledge this is. How do teachers use MSST developed. Teachers and young person for students up to the age of
and apply this knowledge in the context of MSST. MSST delivered. with profound intellectual 18 years old.
Mixed methods — sessions 1, 10 and 21 video disability. Netherlands

recorded and coded. Qualitative responses recorded
from MSST facilitator.

ten Brug et al,, To explore the relationship between alertness and  MSST training. 27 dyads. 14 different organisations
(2015?) active presentation of stimuli in MSST books with MSST developed. 27 Individuals (12 children and over 18 different locations.
people with profound intellectual disabilities. MSST delivered. 15 adults) with profound Specific settings unknown.
Within subjects repeated measures. intellectual disabilities and 27  Netherlands.
Sessions 1, 5, 10 and 20 video recorded and coded. support workers.
ten Brug et al,, To understand how guidelines for delivering MSST ~ MSST training. 45 dyads. Activity centres or group
(2015°) positively influence the listeners attention. MSST developed.  Professionals and person with  homes.
Within subjects repeated measures. MSST delivered. profound intellectual Belgium and Netherlands.
Sessions 1, 5 and 10 video recorded and coded. disabilities (66.7% under 18

years old).
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ten Brug et al.,
(2016)

Young et al.,
(2011)

To understand if MSST gains more attention than
regular story books. If there are differences in
attention over time between the two types of
stories.

Non-randomised control study, between
participants repeated measures.

Sessions 1, 5 and 10 video recorded and coded.

Mixed methods — Exploratory case study.

Session 1, 4 and 8 video recorded and behavioural
observation completed. Parents and professionals
delivering MSST interviewed (semi-structured) at
the end about the effect of MSST.

MSST training.
MSST developed.
MSST delivered.
Vs.

Regular story
telling.

MSST developed.
MSST delivered.

30

76 dyads.

76 Individuals with profound
intellectual disabilities and 76
professionals.

59.2% of people with profound
intellectual disabilities were
over 18 years old.

8 dyads.

5 mothers, 2 teachers and 1
occupational therapist.

8 young people with profound
intellectual disabilities.

Activity centres, schools and
residential settings.
Belgium and Netherlands.

Schools, nursery’s and one
home.
Scotland.

Note. MSST = multi-sensory storytelling
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2.4.6 Summary of results from papers included in the review

The seven papers included in the review all explored MSST but examined different aspects of
outcomes, see Table 4 for a summary of their findings. Three of the quantitative papers aimed to
explore the cognitive changes associated with MSST. These included aspects of attention towards
MSST and the storyteller over regular storytelling (ten Brug et al., 2016), attention to MSST overtime
and how stimuli were presented impacted attention towards stimuli (ten Brug et al., 2015P).
Alertness was also explored, with higher levels of alertness being associated with the presentation
style of the storyteller (ten Brug et al., 2015?%). The findings of these three papers were supported by
the qualitative data reported in mixed methodological papers, where storytellers described
perceived increases in attention, alertness and overall interaction with MSST (Preece & Zhao, 2015;
Young et al., 2011). Qualitative data also highlighted how the presentation style of the storyteller
may affect the outcomes for the listener, with storytellers’ creativity, experience and teaching style
all contributing to outcomes (Preece & Zhao, 2015). However, Penne et al., (2012), found there was
no relationship between storyteller’s interactive style and their characteristics, nor between that
and the characteristics of the listener. Indicating while presentation style is important, there are no
indicators people possessing certain characteristics are any better than any other group of people.
This was supported qualitatively by the diversity with storytellers across studies; including
educational (Preece & Zhao 2015; ten Brug et al., 2013; ten Brug et al, 2015°; ten Brug et al., 2016;
Young et al, 2011); occupational therapists (Young et al, 2011) professional support staff (Penne et
al, 2012; ten Brug et al., 2013; ten Brug et al., 2015 ten Brug et al, 2015°; ten Brug et al., 2016) and
parents (Young et al, 2011). Preece & Zhao, (2015) and ten Brug et al, (2013), both found that MSST
allows the storyteller to learn more about the listener. However, ten Brug et al’s., (2013)
guantitative findings indicated the storyteller (teacher) did not apply this knowledge actively to
adjusting and adapting further sessions. This resonates with the qualitative findings of Preece &
Zhao, (2015) that highlight external barriers to delivering effective MSST, including, time, resources,

staffing levels and the expectations of eternal inspectorate bodies.
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Table 4

Summary of results from papers included in review

Study Study type Results
ten Brug Quantitative - There was no significant difference in duration for MSST and regular storytelling.
etal., non-randomised -  MSST books and stimuli received significantly more attention than regular books. Attention increased in early
(2016) readings and decreased slightly in later readings.
- There was no significant difference in attention to the storyteller between MSST and regular storytelling.
- Attention to storyteller did not change over time for either MSST or regular storytelling.
Penne et Quantitative - All staff scored above the mid-point range on the Maternal Behaviour Rating Scale for all categories, indicating
al., descriptive they were at least ‘moderately sensitive’, ‘consistently responsive’, ‘moderately effective’, ‘acceptant’,
(2012) ‘pervasively enjoying’, ‘moderately overtly expressive’ and ‘warm’ during MSST. Means remained consistent
over time points.
- Arepeated measures multivariate analysis of variance showed no significant main effect of time (session) on
the scores for the different staff interactive style dimensions: Wilks’ A = 0.30, Fi44=0.66, P = 0.75.
- There was no effect of client characteristics on staff interaction style.
- There was no effect of the carers job, experience, experience with the specific client or age of the carer on
interactive style.
ten Brug Quantitative - There were higher levels of active alertness when MSST stimuli were actively presented.
etal., descriptive - Alertness within sessions was not constant and was related to the presentation of the stimuli.
(2015?) - Where stimuli were presented actively there were associations with larger fluctuations in listener alertness.
ten Brug Quantitative - During MSST listeners were attentive for on average 69% of the time.
etal., descriptive - Attention increased between the first and fifth sessions and then reduced between the fifth and tenth sessions.
(2015°) - Guidelines for storytellers including repetition, actively offering stimuli and duration of MSST were positively to
the amount of the listeners attention.
- There were no significant correlations found between listeners attention and guidelines for storytellers
including adherence to the original test and using a neural background for stimuli.
Preece & Mixed methods - Both commercially produced and home-made MSST are used widely within educational settings.
Zhao,

(2015)
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- MSST were flexible and adaptable in their use for education or pleasurable activities and can be delivered
across settings including classrooms of for outdoor activities. They were utilised across the curriculum, in a
broad range of subjects.

- MSST could be personalised to meet individual student’s needs, preferences and abilities ensuring accessibility
and meaningfulness.

- MSST supported socialisation for people with profound intellectual disabilities, reducing potential isolation and
providing opportunities for group interaction and shared experiences.

- MSST were used to assess students’ progress and to support the development of skills including
communication, fine motor skills, memory and cognitive abilities

- Internal factors effecting the use of MSST: storytellers’ creativity, experience and teaching style.

- External factors effecting the use of MSST: time, resources, staffing levels and expectations from inspectors
from external bodies.

- Other factors effecting the delivery of MSST included training provided, natural skills of the storyteller,
opportunities to observe others and access to mentoring.

ten Brug Mixed methods - MSST does provide new knowledge, but teachers are insufficiently aware of it and do not apply it in subsequent
etal., practice.

(2013)

Young et Mixed methods - Positive changes in the engagement with the MSST were reported for seven out of eight people with profound
al., intellectual disabilities. Parents or caregivers acting as storytellers reported these positive changes enabled the
(2011) listener to manage better with the sensitive topic in six of those seven.

Note. MSST = multi-sensory storytelling
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2.4.7 Quality Appraisal

The primary researcher conducted a critical appraisal on the seven papers included in the
review using the Mixed Methods Appraisal Tool (MMAT; Hong et al., 2018). See Appendix A for the
MMAT. Each study was categorized by design using the MMAT algorithm; quantitative non-
randomised (n = 1), quantitative descriptive (n = 3), and mixed methods (n = 3). Once categorized
each study had two general screening questions and five approach specific questions applied.
Overall, the quality of the papers was good, meeting all the appraisal measures set out by Hong et

al., (2018). Table 5 summarises the findings of this quality assessment.
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Table 5

Quality Appraisal of Review Papers Using the Mixed Methods Appraisal Tool (Hong et al., 2018)
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Quantitative
non-
randomised
studies

First Author

S1. Are there
clear research

S2. Do the collected
data allow to address

3.1 Are the
participants

3.2 Are
measurements

3.3 Are there
complete outcome

3.4 Are the
confounders

3.5 During the study
period, is the

questions? the research representative of the appropriate regarding data? accounted for in the intervention
questions? population? both the outcome design and analysis? administered (or
and intervention (or exposure occurred) as
exposure)? intended?
ten Brugetal., Yes Yes Yes Yes Yes Yes Yes

(2016)

Quantitative
descriptive
studies

S1. Are there
clear research

S2. Do the collected
data allow to address

4.1 Is the sampling
strategy relevant to

4.2 |s the sample
representative of the

4.3 Are the measure
appropriate?

4.4 |s the risk of
nonresponse bias

4.5 Is the statistical
analysis appropriate

questions? the research address the research target population? low? to answer the
questions? question? research question?
Penne et al., Yes Yes Yes Yes Yes Yes Yes
(2012)
ten Brug et al., Yes Yes Yes Yes Yes Yes Yes
(2015?)
ten Brug et al., Yes Yes Yes Yes Yes Yes Yes

(2015P)

Mixed
methods
studies

S1. Are there
clear research

S2. Do the collected
data allow to address

5.1 1s there an
adequate rationale

5.2 Are the different
components of the

5.3 Are the outputs of
the integration of

5.4 Are divergences
and inconsistences

5.5 Do the different
components of the

questions? the research for using a mixed study effectively qualitative and between quantitative  study adhere to the
questions? methods designto  integrated to answer quantitative and qualitative results quality criteria of
address the research the research components adequately each tradition of the
question? question? adequately addressed? methods involved?
addressed?
Preece & Zhao, Yes Yes Yes Yes Yes Yes Yes
(2015)
ten Brug et al., Yes Yes Yes Yes Yes Yes Yes
(2013)
Young et al., Yes Yes Yes Yes Yes Yes Yes

(2011)
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2.4.8 Data Extraction Process

Data was extracted and synthesised by the primary researcher. The complete results sections
from each paper with tables and figures were extracted. Due to the primary researcher completing
extraction, and the numbers of papers identified, data was collated in paper form using word

processing software.

2.4.9 Data Synthesis Process

An integrated data-based convergent approach (Hong et al., 2017) was employed as both
gualitative and quantitative data could answer the review questions (Lizarondo et al., 2022). This
approach, where qualitative and quantitative evidence is extracted prior to analysis, synthesised into
one data set and analysed together using the same synthesis method allowing for a more detailed
description of the data (Hong et al., 2017). The integration of qualitative and quantitative evidence
supports more complete, concrete and nuanced answers to more complex research questions

(Heyvaert et al., 2013).

Original data from all papers was extracted verbatim. The quantitative and mixed methods
papers included in the review all reported numeric results with comprehensive narrative
descriptions. Verbatim extraction and synthesis allowed analysis and findings to remain as close as
possible to the data reported in the original studies (Lizarondo et al., 2025). See Table 6 for further

details of the data synthesis process.
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Table 6
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Convergent Integrated Data Extraction Process and Analysis Based on Lizarondo et al., (2025)

Lizarondo et al., (2025) guidance

Applied Methodology

Data extraction

All data should be extracted to provide
a holistic understanding of all factors
involved in MSST participation and the
overall understanding of the
Phenomenon for participants.

Data extraction should occur verbatim
in mixed methods systematic reviews
to ensure data remains as close to data
reported in original papers. This
minimises misinterpretation by the
reviewer at the analysis stage.

Following identification of papers to
be included, all results sections,
including numerical statistics, tables,
graphs and figures were completely
extracted verbatim.

All results sections were extracted
verbatim. Where there were numeric
results, primary authors had provided
sufficient narrative text. This meant
no qualitisation or contextual
information was required. This
ensured data remained as close to
that reported in original papers.

Checking data

Numerical results and accompanying
narratives should be cross checked
with each other to ensure data
extracted is accurate and reliable.

All results sections were cross
checked between narrative and
tables, graphs and figures. To ensure
data extracted was accurate and
reliable. No discrepancies between
numeric and narrative data were
found.

Data integration

Extracted data (qualitative and
guantitative) should be assembled for
detailed analysis across data

All data was copied verbatim into one
word document in preparation for
analysis.

Data analysis

Analysis should identify similarities and
create categories. Categories are
grouped to generate overall integrated
findings.

To formalise this process and give
rigour, Thomas & Harden’s, (2008)
Thematic Synthesis was applied to
the data set coding line-by-line,
developing descriptive themes, and
the generation of analytical themes.

2.4.10Data Analysis

Once data had been integrated the primary researcher followed the principles of Thomas

and Harden’s (2006) thematic synthesis. The results sections from all seven papers were integrated

into one data set (Lizarondo et al., 2025) and a thematic synthesis was carried out (Thomas and

Harden 2006). Four papers were purely quantitative and three mixed methods. The three mixed

methods (Preece & Zhao, 2015; ten Brug et al., 2013; Young et al., 2011) had substantially longer

results sections than the other quantitative papers. Only the three mixed methods papers from the

seven included presented quotes as part of their data, therefore it was decided to not use quotes in

reporting the thematic synthesis.
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2.4.11Researcher Reflexivity

The primary researcher attempted to be aware of their own values and beliefs from previous
experiences of working with people with profound intellectual disabilities prior to and during the
review process. This was done through checking themes as they emerged ensuring they were
grounded in the data being analysed. The themes were then reviewed by the wider research
supervisory team to ensure they represented and evidenced by the data from the papers included in

the review.
2.5 Results

Four themes and fifteen subthemes were identified during analysis. See table 7 for a

summary of themes and subthemes.

Table 7

Themes and Subthemes

Theme Subtheme

MSST is beneficial for people with profound Cognition
intellectual disabilities

Interaction
Social behaviour

Decrease in maladaptive and stereotypical
behaviour

Storytellers benefit from MSST Learn about and attune to the person with
profound intellectual disabilities

Developing and sharing best practice

Mutual enjoyment of MSST Person with profound intellectual
disabilities enjoys MSST

Storytellers enjoy MSST

Development, implementation and evaluation of MSST Individualisation
Function of MSST
Environmental factors
Stimuli
Presentation
Barriers

Evaluation

2.5.1 MSST is Beneficial for People With Profound Intellectual Disabilities
Storytellers and researchers reported multiple observed changes for the people with

profound intellectual disabilities participating in MSST. They shared positive changes in the person’s
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engagement with the MSST in the session and sustained improvements between sessions in other

contexts.

2.5.1.1 Cognition. An increase in alertness was explicitly reported across quantitative and
qualitative findings in studies (ten Brug et al., 2013; ten Brug et al., 2015%; Young et al., 2011). One
storyteller in Young et al’s., (2011) research reported “He was very attentive and listening more”
(William’s mother). Quantitative findings also indicated levels of alertness increased over time with
repetition of MSST (Young et al., 2011). This was support in other quantitative results where
alertness was impacted by the presentation style of the storyteller, with a more active presentation
gaining higher levels of active alertness, and passive presentation receiving higher levels of passive
alertness (ten Brug et al., 2015%). Alertness peaked during the initial presentation of stimuli and

decreased over the window of time it was presented (ten Brug et al., 20152).

Listeners paid significantly more attention to MSST books and stimuli than regular books (ten
Brug et al., 2016). Furthermore, quantitative and qualitative findings indicated repetition of MSST
increased attention towards the MSST within sessions (ten Brug et al., 2016; ten Brug et al., 2013; ten
Brug et al., 2015°; Young et al., 2011). Quantitative findings demonstrated the length of MSST
impacted attention, with longer stories garnering significantly more attention than shorter stories
(ten Brug et al., 2015P). An active presentation style of the storyteller garnered more attention from
the listener (ten Brug et al., 2015P). The physical presentation of stimuli impacted attention, with
stimuli presented on white backgrounds receiving more attention (ten Brug et al., 2015P). This was
also supported in qualitative findings where a change in direction of attention was reported, shifting
from the storyteller to the stimuli over time: “There was an association between engagement with
the story and decreased visual engagement with the storyteller, suggesting a shift in relative

attention in the overall context of the storytelling session” (Young et al., 2011).

Additionally, storytellers reported increased listening, anticipation, recognition and
decreases in reaction time through repetition of MSST in the listeners with profound intellectual
disabilities across quantitative and qualitative findings: “the reaction time went from 10-30 seconds
to 5-10 seconds” (author, ten Brug et al, 2013), (ten Brug et al., 2013; Young et al., 2011). A
storyteller in Young et al’s., (2011) study reported “She is always listening carefully when the story is

being read to her....She anticipated the storyline. She was very responsive” (Claire’s teacher).
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2.5.1.2 Interaction. Increased interaction by the listener was reported quantitatively and
qualitatively, seeing them move from passive observer to interacting with stimuli through MSST
repetition: “Aden started making sounds along with the triangle and started holding the rainmaker
instead of just listening to it” (author, ten Brug et al., 2013) (ten Brug et al., 2013; Young et al., 2011).
This was observed and reported qualitatively through storytellers describing increased interest in
materials offered through purposeful touching and exploration: “she showed a strong interest in
materials and touching these (Rebecca’s mother), (Young et al., 2011). Increased motor interaction
led to improved fine motor exploration and manipulation of stimuli (ten Brug et al; 2013). Improved
interaction was also reported outside of MSST sessions, where the listeners were increasingly able to
tolerate personal care activities, such as hair brushing, with MSST repetition: “During and since the
time of the project, Claire has now become more tolerant of having her hair brushed” (Claire’s
teacher), (Young et al., 2011). Increased interaction was demonstrated in listeners expressing
preferences and with more clarity over time: “At T2, according to Brit, Bob anticipated the toy pig.
Before the pig sound was presented, Bob would sit up, laugh, and turn his head towards the pig”

(author, ten Brug et al., 2013), (ten Brug et al., 2013; Young et al., 2011).

2.5.1.3  Social Behaviour. Improved social engagement, communication and responsivity
was reported qualitatively for those with profound intellectual disabilities (Young et al., 2011). This
was identified through increased vocalisations, teamwork with the storyteller, eye gaze, clearer
responses and expressing preferences: “Prolonged hand holding and eye contact — very positive
response. There has been good team working and Rebecca showed positive interaction with the
storyteller” (Rebecca’s occupational therapist), (Young et al., 2011). However, whilst some
participants’ eye gaze to storyteller remained consistent over time, some participants decreased
towards storyteller and increased in direction to sensory stimuli (Young et al., 2011). MSST were
reported qualitatively to create a sense of connection and togetherness: “it gives them a chance to
come together as a group” (interviewee) (Preece & Zhao, 2015). One family qualitatively shared
reading of MSST was the first time their child with profound learning disabilities had been willing to
share an activity with their sibling, enabling them to read as a family: “They do not normally share
things but Joseph allowed his brother to ‘share’ hearing his story. For the first time, the three of us
read the story as a family” (Joseph’s mother) (Young et al., 2011). Connections between the MSST
and real life were shared by storytellers qualitatively reporting increased social engagement and
tolerance of social outings outside of MSST sessions: “she is now tolerating social outings with family

members which she had not done before” (Claire’s mother), (Young et al., 2011).

25.14 Decrease in Maladaptive and Stereotypical Behaviour. Quantitative findings and
gualitative accounts from storytellers reported a decrease in agitation and anxiety exhibited from the

person with profound disabilities during and between sessions of MSST (ten Brug et al., 20157 Young
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et al,, 2011). Additionally, qualitatively there was a reported decrease in stereotypical behaviour

within sessions (Young et al., 2011).

He has enjoyed the story and everything in it from the word ‘go’. This was particularly
evident on a couple of occasions when Joseph was extremely anxious and showing physical,
challenging behaviour and immediately after this settled very quickly into his story. (Joseph’s

mother, Young et al., 2011).

Further, people with profound intellectual disabilities were able to participate in activities
targeted by the MSST, like dental visits, and spent reduced amounts of time in behaviours that were
previously problematic, increasing independence and participation in other enjoyable activities

(Young et al., 2011).

She recognised the symbols/photo in relation to the task.... It has helped Rebecca more than
| thought it would and helped her toilet routine which is now more structured, simple and
focused.... We do not need to sit her on the toilet for lengthy periods of time any more. Dad

does not play the guitar in the toilet now. (Rebecca’s mother, Young et al., 2011).

One listener became more accepting over time of the MSST, a favoured activity, ending:
“she definitely anticipated the storyline and came to know and accept when the storyline ended”
(Sarah’s teacher), (Young et al., 2011). Although quantitative results found there were periods of
withdrawn behaviour observed during MSST, they typically occurred in earlier MSST sessions and

towards the end of individual sessions, possibly related to fatigue (ten Brug et al., 2015?).

2.5.2 Storytellers benefit from MSST

Storytellers reported learning and improving their understanding of the person with
profound intellectual disabilities. They shared how MSST allowed them to adapt their practice to
better meet the needs of the person with profound intellectual disabilities. This knowledge was

shared with others, developing wider systemic improvements in practice.

2.5.2.1  Learn About and Attune to the Person With Profound Intellectual Disabilities.
Storytellers qualitatively reported through developing and delivering MSST their knowledge and
understanding of the person with profound intellectual disabilities improved: “Carol indicated that
she had learned a few things about Catrin; olfactory stimuli now seemed to be a definite interest,
presenting opportunities for new activities” (author, ten Brug et al., 2013) (ten Brug et al., 2013;
Young et al., 2011). This learning increased attunement between the storyteller and the listener but

guantitative results indicated was not always consistently applied (ten Brug et al., 2013).

Storytellers reported quantitatively and qualitatively learning listeners needed more time to
focus, attend and react to stimuli: “Instead of a focus time of 0-5 seconds (T1), according to Brit, in

T2 Bob needed 5-10 seconds to focus” (author, ten Brug et al., 2013). They shared learning about
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environmental preferences when delivering the MSST, sitting position for the person with profound
intellectual disabilities, lighting and ambient noise levels: “A little environmental noise changed to
complete silence” (author, ten Brug et al., 2013). They qualitatively reported discovering capabilities
of the person with profound intellectual disabilities they did not know before, for example learning
they could distinguish the size and colour of objects through stimuli offered: “Aden could also use
large objects (T3), not just small ones (T2). As for his vision, Amber indicated that Aden could

distinguish size as well as colour (T3), not just colour (T2).” (author, ten Brug et al., 2013).

MSST allowed the storyteller to learn about sensory preferences. For example, learning how
the people they supported responded favourably to olfactory stimuli, bright colours and soft, calm
music: “She paid little attention to the lights, while the shimmering fabrics were more popular. Catrin
focused on them making soft, agitated sounds” (author, ten Brug et al., 2013). They discovered
stimuli which made the person feel uneasy, noting stimuli such as loud noises did not receive positive
responses from the listener: “the honking bus scared him slightly, but he would also laugh at it”

(author, ten Brug et al., 2013).

2.5.2.2 Developing and Sharing Best Practice. Quantitative findings indicated repetition
of MSST allowed adjustment and adaptation of practice to improve the experience and interaction
for the person with profound and intellectual disabilities (ten Brug et al., 2013). Preece & Zhao's
(2015) qualitative findings highlighted the importance of sharing knowledge and experience of good
practice between professionals from MSST which improves overall care for the person with profound
intellectual disabilities: “I think really here it’s about drawing on other teachers, more experienced
storytellers ... drawing on their knowledge and their experience and then sharing really good

practice” (Interviewee, Preece & Zhao, 2015).

2.5.3 Mutual Enjoyment of MSST

The storytellers in three of the papers described MSST as an enjoyable activity for the person
with profound intellectual disabilities. This was demonstrated through descriptions of the persons
response and the use of MSST in leisure activities. Storytellers shared they found the development

and implementation of MSST an enjoyable experience.
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2.5.3.1 The Person With Profound Intellectual Disabilities Enjoys MSST. The three
studies including qualitative data reported people with profound intellectual disabilities finding MSST
an enjoyable experience (Preece & Zhao, 2015; ten Brug et al., 2013; Young et al., 2011). This was
deduced from observations within MSST sessions of increased relaxation, animation, smiling and
laughter: “she was very responsive (e.g. became excited, very animated and lots of smiles” (Claire’s
teacher, Young et al., 2011), (ten Brug et al., 2013; Young et al., 2011). MSST was an activity offered
whilst a less favoured task was completed (PEG feeding), or as a reward for completion of less
enjoyable tasks, suggesting MSST is perceived as enjoyable for the person with profound intellectual
disabilities by care givers: “Or it might be because the whole class had a really good maths lesson and

then it’s like a post-lesson reward” (Interviewee, Preece & Zhao, 2015).

2.5.3.2  Storytellers Enjoy MSST. Storytellers explicitly reported qualitatively that the
process of MSST is enjoyable for them: “I do quite enjoy the idea of coming up with the story myself”
(Interviewee, Preece & Zhao, 2015). This mutual enjoyment through joint attention to MSST supports
increased attunement and understanding between the storyteller and the listener, improving overall

outcomes for care provision.

2.5.4 Development, Implementation and Evaluation of MSST

Papers included in this review highlighted key areas for consideration when developing and
implementing MSST. Firstly, the importance of a person-centred approach, individualising the MSST
for the listener in mind. Secondly, the various functions of MSST and how they can be applied. Thirdly
within session factors including the environment, stimuli and presentation by the storyteller. There is

also consideration of possible barriers to MSST and how one should evaluate MSST.

2.5.4.1 Individualisation. All the studies included in this review identified the importance
of MSST being tailored to the individual. Key quantitative and qualitative findings suggest the process
should involve current knowledge about the person the MSST is being developed for, what their real-
world experiences are and appropriateness of the content to the individual (Preece & Zhao, 2015;
ten Brug et al., 2013): “Most of the stimuli were chosen by Amber because she knew Aden would
respond well” (ten Brug et al., 2013). Qualitative findings highlighted how in educational settings

targets and goals were frequently used to guide the development of MSST (Preece & Zhao, 2015).

| look at the children’s assessments and targets ... | look at fine motor, communication,
cognitive, and so on. Each specific to each child in the class ... | set my goals, | develop my

story. That’s how | do it. (Interviewee, Preece & Zhao, 2015).

Young et al., (2011) reported their utility in addressing personal issues, challenges and
supporting the individual to overcome them: “His resistance to touch and explore latex items in
earlier readings changed dramatically in the final reading” (Fraser’s teacher, Young et al., 2011).

Whilst it is the storyteller deciding how, when, why and with whom MSST should occur with (Preece
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& Zhao, 2015), the listener should always be at the centre of these decisions. Whilst both
quantitative and qualitative studies expounded developing MSST from scratch based on the
storyteller’s knowledge of the listener (Penne et al., 2012; ten Brug et al., 2013; ten Brug et al.,
2015?%; ten Brug et al., 2015°; ten Brug et al., 2016; Young et al., 2016), participants in Preece &
Zhao's (2015) mixed methods research used commercially produced scripts and stories, which were

adapted with individualised symbols, photos and stimuli:

For me, the scripts are all about the ideas. | always look at adapting it. So given the specific
needs of the students I've got, | might also introduce things like choices with PECS symbols or
photographs, embellishing the story and making it even more appropriate to the students’

needs, their targets and so on. (Interviewee, Preece & Zhao, 2015).

2.5.4.2 Function of MSST. Quantitative and qualitative findings indicate MSST allows for
assessment of educational goals, skills, targets and feedback on adaptations storytellers make

(Preece & Zhao, 2015; ten Brug et al., 2013):

When we devise or adapt a story we integrate their targets in it. So ... somebody’s target
could be to hold the flashlight for three to five seconds ... and somebody else’s would be to
move a blanket to look for something underneath it. Throughout the story we try to find as
many times ... like three to four times for them to practice that skill. And somebody else’s
might be to reach for something that is of interest or to track the light. We use the targets

and plan around them. (Interviewee, Preece & Zhao, 2015).

Observations and qualitative reports demonstrated MSST is versatile and can be used across a
range of individuals, setting and contexts (Preece & Zhao, 2015). Both quantitative and qualitative
findings indicated MSST can be used for developing cognitive functions, including attention, (ten Brug
et al., 2016; ten Brug et al., 2015%; ten Brug et al., 2015°) concentration, anticipation and task
initiation (Preece & Zhao, 2011). Qualitative data indicated MSST has the capability to support
learning (Young et al., 2011), socialisation, entertainment and pleasure (Preece & Zhao, 2015).
Preece & Zhao (2015) highlighted MSST provides choices for people with profound intellectual
disabilities where they are often not given. This allows the listener to be empowered and develop
agency (Preece & Zhao, 2015): “l don’t want it ... push it away. That’s good because they are telling
you that they don't like it. It’s all communication. I'll know if they don’t like it and that’s very
important ... because often they won’t be given those choices” (Interviewee, Preece & Zhao, 2015).
New skills can be introduced and practiced over time in MSST (Preece & Zhao, 2015). Furthermore,
storytellers can create opportunities to expose listeners to novel stimuli in a safe environment, to

learn more about their responses and preferences (ten Brug et al., 2013).
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2.5.4.3 Environmental Factors. Environmental factors depend on the specific listener and
will inform how the MSST is individualised. ten Brug et al’s., (2013), mixed methodological findings
detailed the following factors and the listeners’ preferences as having impact on the delivery of
MSST: time of day; lighting; and ambient noise: “Lights needed to be dimmed (T2) instead of coming
from the right” (author, ten Brug et al., 2013). While MSST are versatile and can be offered indoors,
outdoors, across settings and contexts (Preece & Zhao, 2015), qualitative data indicated
understanding the individual’s preference for space, size of room, positioning within the space and
seating is key to them accessing MSST: “Because she preferred brightly lit rooms, ideally she sat near

the window” (author, ten Brug et al., 2013).

2.5.4.4  Stimuli. Stimuli should be chosen by someone who knows the listener well (ten
Brug et al., 2013). Personal preferences should be considered when selecting stimuli and how stimuli

might contribute to skill acquisition or goal related behaviour (ten Brug et al., 2013).

ten Brug et al., (2013) detailed considering individual preferences for auditory, olfactory,
tactile and visual stimulation based on quantitative and qualitative findings. Qualitative data
indicated listeners’ abilities should be held in mind, considering any visual or auditory impairment,
fine and gross motor skills: “I look at the children’s assessments and targets...I look at fine motor,
communication, cognitive and so on” (Interviewee, Preece & Zhao, 2015), (Preece & Zhao, 2015; ten
Brug et al., 2013). This will inform what is presented and how. For example, understanding visual
impairment will allow the storyteller to select and present stimuli in the correct field of vision and
distance for the listener to engage: “It was important for Catrin to be offered stimuli in the middle of
her visual field that remained over 40 cm away” (author, ten Brug et al., 2013). Everyday items can
provide a variety of sensory experiences, including, musical instruments, noisy toys, mirrors, torches,

pieces of fabric, music, perfume and egg timers (ten Brug et al., 2013).

2.5.4.5 Presentation. The storytellers participating in most of the studies, quantitative
and mixed methods, received training on MSST theory, development and delivery (Penne et al.,
2012; ten Brug et al., 2013; ten Brug et al., 2015%; ten Brug et al., 2015°; ten Brug et al., 2016; Young
et al., 2016). The cost of training and the advantages it provides should be assessed. Preece & Zhao
(2015) found through qualitive data most of the storytellers in their sample had not received specific
training, but had learnt through observation, mentoring from more experienced staff and their own

natural style:

A minority had undertaken training in MSST, while at university, or via their local authority or a
charity. Most, however, had not, and based their practice on their natural storyteller style, on
their observations of others or on mentoring from more experienced staff (author, Preece &

Zhao, 2015).
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Individual factors for the storyteller presentation style include tone and volume of speech (ten

Brug et al., 2013).

A key component for the storyteller is presentation of stimuli. Quantitative results found
active presentation of stimuli was positively correlated with active attention in the person with
profound intellectual disabilities, whereas passive presentation was associated with more passive
attention to the MSST and the storyteller (ten Brug et al., 2013). Furthermore, quantitative findings
highlighted how long stimuli should be presented for, allowing the listener to focus, and respond

before moving to the next stimulus object (ten Brug et al., 2013).

Quantitative data showed consistency of MSST between sessions is important to avoid
confusion for the listener (ten Brug et al., 2013). However, Penne et al., (2012) reported no
significant effect of storyteller’s characteristics, including role, age, experience with profound
intellectual disabilities or the specific listener. This highlights the accessibility of MSST for all people

working with this population.

Quantitative and qualitative findings indicated structure of the MSST should be considered,
in terms of number of sentences, length of sentences and corresponding stimuli to be offered (ten
Brug et al., 2013; ten Brug et al., 2015°). Whilst consistency across MSST sessions is important (ten
Brug et al., 2013), quantitatively fidelity to the text appeared to have no effect on attentiveness of
the listener (ten Brug et al., 2015P), allowing storytellers to respond in the moment to the listener,

without being wedded to a script.

2.5.4.6  Barriers. Qualitative data reported individualised MSST can be time intensive for
the storyteller and be impacted by wider service staffing levels: “Key external factors were time,
resources and staffing levels” (Interviewee, Preece & Zhao, 2015). Therefore, thought should be
given to how and where MSST can be developed and implemented. Further, qualitative findings
indicated if MSST are to be delivered to groups, due to resource availability, thought should be paid
to how MSST can remain interactive and flow, without just passing an object around a circle:
“OFSTED requires that your students are doing something all the time. They will no longer accept
something going around a group one at a time” (Interviewee, Preece & Zhao, 2015). Cost is also
important when developing MSST. ten Brug et al., (2013), highlighted stimuli could be sourced from

existing resources mitigating cost.

Another barrier can be the health of the listener. lll health and hospital admissions for the
person with profound intellectual disabilities was qualitatively reported to lead to decreased
engagement and interaction with MSST (Young et al., 2011). This was potentially due to being unable
to attend sessions, leaving longer periods between sessions reducing consistency and overall impact

(Young et al., 2011):
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Both behavioural analysis and interviewee’s reports indicated a lack of engagement with the
story, and indeed, a decreasing engagement as shown by the behavioural analysis. Throughout
the course of the study Martin was ill and off school on several occasions. In addition, his
mother, the storyteller, was also ill leading to long delays between sessions. (Author, Young et

al, 2011)

2.5.4.7  Evaluation. Quantitative findings highlighted the need for storytellers to attend to
the outcome of MSST, adapting and adjusting where necessary (ten Brug et al., 2013). The responses
of people with profound intellectual disabilities may not be obvious, so close attention should be
paid to their whole body (ten Brug et al., 2013). Six of the seven studies included used video
recordings to observe changes in behaviour, with appropriate consent and confidentiality, recordings
over time may help identify changes in the person with profound intellectual disabilities. This could
contribute evidence of potential positive outcomes, supporting further and more widespread MSST
interventions. Adaptation based on feedback will promote ongoing engagement and attunement

between the storyteller, MSST and the person with profound intellectual disabilities.
2.6 Discussion

This systematic review used a thematic approach to synthesise data from seven studies (four
guantitative and three mixed methodological) to examine and describe the key outcomes of MSST
for people with profound intellectual disabilities and those supporting them. Four themes emerged
highlighting the benefits of MSST for people with profound intellectual disabilities, those working
with people with profound intellectual disabilities, and factors to consider when developing,

implementing and evaluating MSST.

This systematic review builds on the evidence found by Humpheson (2024) who found MSST
specifically supports positive outcomes for people with profound intellectual disabilities, across
social, emotional and cognitive domains. This builds on wider research which indicates providing rich
sensory experiences for people with intellectual disabilities promotes engagement, interaction,
socialization and enjoyment (Agostine et al., 2022). The findings related to engagement, attention,
anticipation and recognition echo findings that MSST improves memory and recall in wider
intellectual disability populations (Matos et al., 2015) and gross motor function for people with
cerebral palsy (Lee & Kwon, 2022). Further it expands on evidence that MSST promotes engagement,
focus and interaction in those with moderate to severe intellectual disabilities (Wolters-Leermakers
et al., 2024), Down Syndrome and autism spectrum disorder, (O’Rourke et al., 2021), both of which

can present co-morbidly with intellectual disabilities and can be part of a profound presentation.

The theme indicating MSST as beneficial to the person or storyteller working with the person

with profound intellectual disabilities is an important finding, demonstrating MSST has the potential
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to improve their knowledge, understanding and attunement to the person with profound intellectual
disabilities and therefore their own relational experience. This outcome is interesting as it echoes
D’Sa et al’s., (2024) findings for those working with people with profound intellectual disabilities
where the relationship between person and carer is a key factor in being able to holistically meet
their needs. If MSST can promote a positive relational experience and attunement between person
and carer, this would hopefully improve quality of life and overall psychological wellbeing for the

person with an intellectual disability (Nind & Grace, 2024).

The final theme in this review, developing, implementing and evaluating MSST is a call to
action for all those working with people with profound intellectual disabilities. It highlights not only
the need to develop skills, but an opportunity to recognise people with profound intellectual
disabilities as human and psychological beings (Goodley, 2023). It supports other research reporting
the need to consider physical space for optimal engagement of people with profound intellectual
disabilities (Fitzpatrick & Parker, 2024). ten Brug et al., (2012) published findings on the
development, content and application of MSST: guidance, training and ready-made stories are
available (Grace, 2023; Grove, 2022). This theme and available literature for those interested in
implementing MSST provides confidence and hope for the future of psychological wellbeing for those

with profound intellectual disabilities.
2.6.1 Strengths and Limitations of Included Studies

Historically there is a paucity of research including people with intellectual disabilities (de
Haas et al., 2022), and this exclusion is even more pervasive for people with profound intellectual
disabilities (Kellett & Nind, 2014). Therefore, the inclusion and focus on those people with profound
intellectual disabilities is a strength of all the included papers. Additionally, all the papers met the
quality assessment markers set out in Hong et al’s., (2018) appraisal tool. Each paper explored
differing aspects of MSST. This is helpful when considering the broader implications of their utility
with people with profound intellectual disabilities, but it means further research is required to
explore thoroughly how MSST can be applied as an intervention to support psychological well-being

within this population.

A limitation for some of the papers was small sample sizes (ten Brug et al., 2013; Young et al.,
2011). Populations of people with profound intellectual disabilities are heterogenous in nature
(MENCAP, 2024) and this is compounded by the varying terminology used for people with profound
intellectual disabilities (Maes et al., 2019). Therefore, being able to draw conclusions is difficult.
However, this is reflective of the population, rather than the specific papers in this review. In
addition to this the storytellers had diversity within and between samples. Whilst Penne et al., (2012)
found this had no effect on interaction style, individual differences should be considered when

drawing conclusions. Young et al., (2011) acknowledged these issues with small diverse samples and
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differences in patterns of engagement but suggested this is justification for further multiple single

subject designs in further research.

Five of the seven papers included in the review were authored by the same research team
and all seven studies were conducted in western Europe, across three countries, Netherlands,
Belgium and United Kingdom. Therefore, the impact of culture should be considered when
interpreting the data found and the conclusions drawn in this review. It is interesting there were
seven papers published between 2011 and 2016 and nothing subsequently. Whilst it is unclear why
this is, research into MSST continues with other groups of intellectual disabilities and diagnoses

suggesting it could be a transdiagnostic approach.
2.6.2 Strengths and Limitations of the Current Review

A strength of this review is the recognition of a gap in the provision of mental health services
for people with profound intellectual disabilities and its aims of considering possible suitable
psychological interventions for this population. This review follows the PRISMA guidance (Page et al.,

2021) with a protocol published on PROSPERO to ensure transparency and replicability.

A limitation of this review is the small number of papers eligible for inclusion. This highlights
the paucity of research done in this area with this population. Due to the small number of papers
meeting the inclusion criteria and small sample sizes within these papers, which have heterogenous
characteristics, means conclusions should be drawn cautiously. Additionally, thematic synthesis relies
on the researcher’s interpretation of data and subsequently themes will emerge in the context of
their experiences, beliefs and values. To mitigate this the primary researcher undertook regular
supervision with the research team and screening of papers for inclusion was undertaken by a
second screener. Quantitative data was not qualitised, with results sections lifted verbatim from
original papers (Lizarondo et al., 2025). This aided interpretation of the data to be grounded in the

original findings and not the researcher’s interpretation of them.

Due to the scarcity of research in this area, a mixed methods review supported a more
robust approach to answering the research question. Whilst recent guidance was followed to ensure
rigor (Lizarondo et al., 2025), it was noted the results sections of papers with mixed methodology
were substantially longer than those in purely quantitative papers. Therefore, the proportion of data
undergoing thematic synthesis was greater for the mixed methods papers and therefore might skew

the conclusions in favour of their findings.

A further limitation is the quality appraisal tool, MMAT (Hong et al., 2018). Whilst this has
strengths as a single tool that allows appraisal of methodological quality across designs, it is a
relatively new tool that requires further research to explore its discriminatory validity and inter-rater

reliability (Hong et al., 2019). This highlights the omission of a second researcher completing the
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quality appraisal of the papers included. This was due to time constraints of the wider research

project but should be noted when considering the reported quality of the included studies.
2.6.3 Clinical Implications and Further Research

While the conclusions of this review should be considered cautiously given the limitations of
both the studies included and the review itself, it suggests MSST could potentially be a positive
intervention for people with profound intellectual disabilities. This is an important finding for those
working in mental health settings and those working with this population. The findings demonstrate
the relational benefits MSST provides to those with profound intellectual disabilities and those

supporting them.

In addition, there were positive results observed when MSST was used flexibly. This flexibility
included individualised stories, variations in scripts and adapting pre-existing resources for sensory
stimuli. This makes MSST both accessible and affordable for people planning to implement them in

their everyday practice.

Further, up to date inclusive research is required to understand the potential functions and
outcomes of MSST for this population, particularly regarding its acceptability as a psychological
intervention. This review focused on MSST which did not include innovative technology, but this is an
area which warrants further exploration and has demonstrated improved recall in typically
developing populations (Chierichetti & Tombolini, 2023). However, future research should be
mindful of the accessibility of MSST with integral technology due to affordability (Grace, 2014). The
findings indicate collaborative work and cross discipline training (Devlin, 2024) between educational
practitioners implementing MSST as standard practice and those in health care, to channel a broader
range of knowledge, skills and experience, may lead to an improved quality of life for those with

profound intellectual disabilities (Rossiter et al., 2011).
2.6.4 Conclusion

This review aimed to examine and describe the key outcomes of MSST for people with
profound intellectual disabilities and those supporting them. The themes emerging from the data
highlight MSST as beneficial to the person with profound intellectual disabilities, the people
supporting them and factors to consider when developing, implementing and evaluating MSST.
These findings indicate the feasibility and acceptability of MSST as a possible therapeutic
psychological approach for people with profound intellectual disabilities should be considered in

future research.
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3 Chapter 3: “The trauma and the hardship that goes with having a disabled baby is a
really heavy load, if that’s where your journey ends”: Mothers to first born children

with profound intellectual disabilities making decisions about further children: An

Interpretative Phenomenological Analysis.

This paper has been prepared in the format required for the Journal of Applied Research in

Intellectual Disabilities.

3.1 Abstract
Background: There is limited knowledge about how caring for a first-born child with profound
intellectual disabilities impacts a mother’s decision to have subsequent children. This research aims

to understand this lived experience.

Method: Seven participants were interviewed about their experiences. Transcripts were analysed

qualitatively using interpretative phenomenological analysis.

Results: Six group experiential themes emerged: ‘Grief and loss driving you to have another child’,
‘Isolation from the world around you’, ‘The burden of care splits you in two’, ‘The weight of
responsibility of bringing another child into the world when your first has profound intellectual

disabilities’, ‘Finding meaningful support is down to you’ and ‘Siblings heal and bring joy’.

Conclusions: These findings highlight difficulties faced by mothers. It demonstrates the need for
professional support and the importance of connection with peers to develop coping strategies and

building resilience.

1.2 Accessible summary
- Not much is known about how mothers who have a first-born child with profound
intellectual disabilities decide whether to have more children.
- This research explores that experience and what support mothers might need.
- The study found that mothers need support from professionals and from other parents.

- More research is needed to understand how professionals can help.
KEYWORDS
Profound Intellectual Disabilities, Mothers, Children, Interpretative Phenomenological Analysis

3.3 Introduction
People with profound intellectual disabilities are a heterogenous group of individuals

(American Psychiatric Association, [APA], 2013), who each have multiple disabilities, with the most
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significant being a profound intellectual disability (Doukas et al., 2017). Other complex difficulties
include motor, sensory, communication and medical complications (Nakken & Vlaskamp, 2007). The
combination of these leads to severely impaired adaptive functioning resulting in pervasive support

needs (Schalock et al., 2021).

The burden of care typically falls to parents (Brekke & Alecu, 2023). This often leads to them
operating in survival mode and neglecting their own personal needs within the familial system
(Geuze et al., 2023). Research shows this burden is felt more acutely for parents of younger children
(Tadema & Vlaskamp, 2010) and impacts quality of life, specifically support for their emotional
wellbeing (Lahije et al., 2023). The impact of care needs on parents is widespread, negatively
impacts physical health, emotional and psychological wellbeing and social health (Shalali et al.,

2024).

Research highlights even within countries where gender equality is promoted mothers
typically provide more care, which may reduce their working hours and income, when compared to
male counterpart’s post birth (Wondemu et al., 2022). When comparing experiences of mothers
who care for children with disabilities to mothers who do not, there are higher rates of depression,
anxiety, musculoskeletal disorders and sleep disorders (Brekke & Alecu, 2023). Higher rates of
mental and physical health issues, with an overall increased rate of mortality have been found in
mothers caring for children with life limiting conditions (Fraser et al., 2021). Whilst neither study
focuses exclusively on caring for a child with a profound intellectual disability, including a broader
spectrum of less severe disabilities, these findings could be cautiously recognised as a conservative

estimate for those mothers caring for children with the most complex and pervasive needs.

There is limited understanding how caring for a child with a profound intellectual disability
impacts a mother’s decision making for having subsequent children. In typical populations, for
couples who have one child, parental anxiety about their ability to cope, despite support from their
partner, decreased the probability of a couple going on to have another child when compared to
those without this anxiety (Moilanen et al., 2024). It is therefore possible increased rates of anxiety
and other mental health issues may impact parents making the decision to have further children
where their first born has profound intellectual disabilities. In a study exploring the wider impacts of
the burden of care parents reported having a child with profound intellectual disabilities did
influence their decisions to have more children (Geuze et al., 2023). However, Geuze et al., (2023)

did not explore the effect of birth order or differentiate between mothers’ and partners experience.

To date there is no research exploring the lived experience of mothers whose first-born child

has profound intellectual disabilities and how this shapes their decision about having further
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children. Aside from the fact they are typically the ones providing care, mothers experience
pregnancy, labour and post-natal physical recovery. Therefore, the decision to have another child
may impact them disproportionately, whilst they continue to care for their first-born with profound

intellectual disabilities.

3.3.1 Research Questions
- What are mother’s experiences of parenting a first-born biological child with profound
intellectual disabilities?

- How does this influence subsequent decisions about having further children?

1.3 Method
3.4.1 Position Statement
The primary researcher was a trainee clinical psychologist who previously worked across
settings supporting individuals with profound intellectual disabilities and their families for over two
decades. This experience provided an awareness of the challenges faced and the lack of previous
research in this area. They were motivated to explore this further following their own experience of

motherhood.

3.4.2 Design

Due to the lack of preexisting knowledge in this area, interpretative phenomenological
analysis (IPA) was selected to understand how individuals make sense of their lived experience
within their personal and social worlds (Smith & Nizza, 2022). This allowed examination of the

phenomenon without predefined theoretical categories (Smith & Nizza, 2022).

Semi-structured interviews were conducted in line with an idiographic approach, collecting
detailed first-person accounts, which may get lost in a larger, heterogenous sample, before making
between comparisons (Smith & Nizza, 2022). A topic guide was developed for interviews containing
open questions, with follow-up questions and prompts (see Appendix B). To ensure relevance and
acceptability, the topic guide was developed with experts by experience (EBE), including two
mothers of first-born children with profound intellectual disabilities and a Clinical Psychologist

working in a community intellectual disabilities service. The EBE’s were all reimbursed for their time.

3.4.3 Participants
Purposive sampling was used to recruit homogenous participants (Smith & Nizza, 2022).
Recruitment aimed for five to eight participants to allow detailed analysis (Smith & Nizza, 2022;

Turpin et al, 1997). Table 8 summarises inclusion criteria.
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Table 8

Summary of Inclusion and Exclusion Criteria

Inclusion Criteria Exclusion Criteria

Biological mothers Not biological mother

First-born child has a profound intellectual First-born child has no profound intellectual
disability disability

First-born child is the first experience of Had previous experience parenting stepchildren

parenting role

Profound intellectual disability has been present Profound intellectual disability not attributable

from birth to incident post birth

First-born child is still alive First-born child has passed away ?

English speaking Non-English speaking

Resident of the United Kingdom Not living permanently in the United Kingdom

?Profound intellectual disabilities may encompass life-limiting conditions, which can lead to parents
out living their children. Parents who had lost their children were not included in this study as
bereavement is not the focus of this study, and their experiences, while hugely valuable, may turn
the focus away from the research question.

Recruitment was advertised via social media, specialist schools and community settings.
Potential participants emailed for further information and were sent a Participant Information Sheet
(see Appendix C) and an Informed Consent Form to complete (see Appendix D). If clarity about
eligibility was required regarding the definition of profound intellectual disabilities, diagnostic
criteria from the Diagnostic and Statistical Manual of Mental Health Disorders V (APA, 2013; see

appendix E) was provided.

The sample consisted of seven women with a first-born child with profound intellectual
disabilities (see Table 9). All participants received a twenty-pound voucher as a thank you for their

time.
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Table 9

Participant Demographics

Participant Age Number of children Age of children
Indira 31-40 2 6 years & 8 months
Harriet 51-60 3 17,15 & 13 years
Gloria 51-60 1 17 years
Frida 51-60 2 16 & 14 years
Cleo 31-40 1 2 years
Etta 31-40 3 11,8 & 7 years
Elizabeth -2 6 42,39, 37,34,28 & 11 years

2Did not share age
Note. Pseudonyms used for participant anonymity. Data on ethnicity was excluded due to the
combination of age and number children potentially breaching participants confidentiality.

3.4.4 Ethics
The study was granted ethical approval by the University of Southampton’s Ethics
Committee (ERGO number 93086, see Appendix F).

3.4.5 Procedure

Interviews between the primary researcher and participant were conducted and recorded
via MS Teams video call, lasting between 34-56 minutes (M = 43.42 minutes). Due to potentially
emotive content participants were told they could take a break, stop the interview or decline to
answer any questions. Following the interview participants were given a verbal debrief and a debrief
form, including signposting information for support services (see Appendix G). Interviews were
transcribed verbatim by the primary researcher and anonymised. All recordings and transcripts were

stored on a password protected laptop computer.

3.4.6 Analysis

All participants and individuals mentioned in the data were given a pseudonym. Diagnoses
and geographical locations have been redacted to ensure anonymity. The analysis followed the five
main IPA phases as outlined by Smith & Nizza (2022). Initially, multiple readings took place, whilst re-
listening to recordings for emersion in the data. Exploratory notes on content, use of language, and
context were made to the right of the transcript. Next personal experiential statements that
captured the participants’ perception of their experience were formed and recorded to the left of
the transcript. Connections between statements were formed and compiled into a table. These

clusters were given a personal experiential theme (PET) supported by direct quotes. This was
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repeated for each participant, with ‘bracketing’ between each transcript (Smith & Nizza, 2022).
Cross-case analysis then examined common patterns and idiosyncratic differences between

participants, observing how they revealed and clarified aspects of one another (Nizza et al., 2021).

3.4.7 Quality Assurance

Yardley (2000) identified four characteristics of good quality qualitative research. Firstly,
sensitivity to context, was met by IPA highlighting individual experiences as unique and prevented
comparisons to other populations that would have limited exploration. The second, commitment
and rigor, was demonstrated through a supervisory team with expertise in IPA and intellectual
disabilities. The primary researcher undertook IPA training, delivered by a contemporary expert. The
third, transparency and coherence, was illustrated through a detailed description of methods and
analysis, including direct quotes to evidence the theme development and narrative construction
across participants (Nizza et al., 2021). The primary researcher engaged in ‘bracketing’, where they
kept a reflective diary (see Appendix H) throughout data collection, recording initial thoughts and
feelings following each interview for reflexivity (Smith & Nizza, 2022). Bracketing also included the
primary researcher participating in peer supervision with IPA researchers and the supervisory team
to promote reflexivity. The primary research also took breaks between interviews to ensure their
engagement with subsequent participants remained free of prejudices and judgements occurring
based on previous interviews as possible. This involved not only engaging in reflexive practice, but

also other non-research related activities.

Once the themes emerged, they were checked with the supervisory team to ensure
interpretations were grounded in the data. The fourth, impact and importance, was reflected in
narratives shared by the participants and their desire for further support for those embarking on this

unique experience of motherhood.

3.5 Results

Analysis resulted in six group experiential themes (GETs) about motherhood with a first-born
child with profound intellectual disabilities and making decisions about having further children.
These were: ‘Grief and loss driving you to have another child’, ‘Isolation from the world around you’,
‘The burden of care splits you in two’, ‘The weight of responsibility of bringing another child into the
world when your first has profound intellectual disabilities’, ‘Finding meaningful support is down to
you’ and ‘Siblings heal and bring joy’. Each theme is described and supported with participant

quotes. Each GET and subthemes are listed across participants in Table 7.
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Table 10

Group Experiential Themes Across Participants

Group experiential theme Subtheme Indira Harriet Gloria Frida Cleo Etta Elizabeth
Grief and loss driving you to have another child Loss and grief for the motherhood you had
X X X X X X X
hoped for
Craving a ‘normal’ experience X X X X X X -
Isolation from the world around you Loneliness - X X X X - -
Others making hurtful comments - X - - X X X
You avoid other people - X X X X X -
The burden of care splits you in two The care needs of your first ‘are overwhelming X X X X X X X
and unrelenting
You need to SF)|It yo’urself to meet your X X X ) X X X
children’s needs
The weight of responsibility of bringing another Fear and guilt of bringing another child with
child into the world when your first has profound profound intellectual disabilities into the X X X X X X X
intellectual disabilities world
Needing reassurance X X - X X X X
Finding meaningful support is down to you Parents need timely and appropriate support - X X X X X -
Seeking out support for yourself - X X X X - X
Peer support in invaluable - X X X X X X
Siblings heal and bring joy X X - X - X X

Note. Pseudonyms used for participant anonymity.
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3.5.1 Grief and Loss Driving you to Have Another Child
The first GET highlights the profound sense of loss and grief for the motherhood participants
had hoped for, which they felt the disability took from them. They shared how this initiated a desire

for a perceived 'typical' experience of motherhood and pushed them on to have another child.

3.5.1.1 Loss and Grief for the Motherhood you had Hoped for. All participants expressed
an intense sense of loss for the motherhood they had hoped for. One described the experience of
receiving her child’s diagnosis being like a physical assault, an expulsion from all she knew and
expected from motherhood. The false start in the second sentence emphasises the lack of choice and
shock: “you get pushed off the edge of the world. It’s like, what you know, everything you thought,

isn’t going to be” (Frida).

Similarly, another described the moment of finding out her child had a profound intellectual
disability as an ‘out of body experience’, a complete disconnect of consciousness from her body, a
phrase used to describe traumatic events, illustrating the pervasive impact this had on her. This was
highlighted in the false starts in the second sentence demonstrating how hard it was to find the

words to describe the impact of this experience:

that news, was like an out of body experience, if I'm honest with you. And that, that,
it was like a massive grief actually for, for, a loss of a, of a parenthood and a child

that you will never have. (Gloria)

3.5.1.2  Craving a ‘Normal’ Experience. Five participants reported a drive to have another
child, which went beyond a typical motherly desire. They described a recognition their parenting
experience was so different from others, with typical children, and they craved that experience too:
“there was also this desperate need to have an experience which | knew other women had, that |
didn’t have” (Harriet). Frida explained this was important for her personal fulfillment, to go on and
have a different parenting experience, one which was not dictated by complex care needs: “We

didn’t want our whole experience of parenting to be parenting Sofie with her complex needs” (Frida).

Cleo, who was still deciding about further children, compared herself to peers expanding
their families. This comparison and false start in the second sentence conveyed a sense of longing for
the life she and her partner had planned but could not have at this time: “a lot of the friends that
we’ve met from our sort of NCT cohort and what not, that are now having second children. So, it has,

it has felt like this is the time that we would have been” (Cleo).

3.5.2 Isolation From the World Around you
In the second GET six participants discussed how they experienced loneliness after their first

child was born. They shared feeling unsupported by those around them. This was compounded by
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hurtful comments made by friends and family, leading to themselves avoiding others to prevent

further pain. This resulted in feeling isolated from the world around them.

3.5.2.1 Loneliness. Frida described the distancing from friends as an inevitable process
due to their circumstances: “even our closest friends, you’re always in a, in a different boat than
them. And. Yeah. You look at the world from a different perspective. You can’t help it” (Frida). For
others the loss of friendship was tinged with hurt: “when he was diagnosed, how people, like | said
melted away” (Harriet). The phrase “melted away” implied spending time with Harriet and her child
post diagnosis exposed others to an unbearable heat they could not tolerate. Gloria shared this sense
of abandonment by those you thought would and should have cared for you “But no one checks in
on you, as a parent. Nobody checks in on you. Nobody. Nobody.” (Gloria). The repetition of ‘nobody’
emphasises how alone she felt, when she needed people the most. Harriet shared the importance of
social connections and friendships during motherhood, and without them, in the context of a high
burden of care, you feel you do not have the resources to have more children: “That affects your

decision as well, because you don’t have a support network of friends” (Harriet).

3.5.2.2 Others Making Hurtful Comments. The mothers explicitly spoke about how

comments made by others caused pain and the need to develop resilience in the face of this:

It's, it's, like walking around in the supermarket and in the summer holidays and youngsters
running up and down the aisles calling your child a spastic. If you can, if you can find something
funny in that, you'll survive. But if you, if you, if everything upsets you, then it will be a

struggle. It will be hard. (Elizabeth).

They described how the pain from each comment has a cumulative effect and impacts not
only in the moment, but they carry these slights with them, and it exacerbates the burden they

already bear:

people say stuff and it’s like paper cut, paper cut, paper cut. You have to just keep
going, but all those paper cuts really wound you in the end. And all of that stuff you

carry with you when you have the next child and that impacts. (Harriet)

They shared others’ lack of understanding, and dismissal of their situation, increased the
impact it had on them. Leaving them to feel like they had nowhere to turn, when even their closest
friends could not offer empathy and compassion: “Like one of my friends when Kiri was first
suspected of having microcephaly, she actually said like, oh, what, like a pinhead? And | was like, oh,

right. And that was like, one of my closest friends.” (Cleo).
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3.5.2.3  You Avoid Other People. The participants spoke about how others’ lack of
understanding led to social disengagement. It made interactions feel devoid of empathy and
meaning, leaving the mothers’ needs unmet and so they stopped speaking to others about their
children entirely: “so | just don’t really even talk about it anymore, to them” (Cleo). The pause before
“to them” indicates the sense of feeling ‘othered’ by the experience. Another shared how avoidance
stemmed from self-preservation. If they did not spend time with other people, they could not say
things which would cause harm: “I was worried that they would say something that either
disappointed me or really stung me” (Harriet). For Etta, avoidance was due to the lack of belonging
she felt because of how different her baby was in comparison to other typical babies: “he’s
completely different from everybody. And you just don’t return back to these groups” (Etta). Where
Etta refers to herself in the second person in the second sentence, she creates a sense of distance
between herself and the experience, indicating a possible need to protect herself from the emotions

she felt at that time.

3.5.3 The burden of care splits you in two

For the third GET all participants shared the care needs of their first child were overwhelming
and unrelenting. Six described how the continuing care needs impacted their ability to mother their
other children. There was a sense this split of caring responsibilities could never be equal and would

be at the cost of subsequent children.

3.5.3.1 The Care Needs of Your First are Overwhelming and Unrelenting. All participants
described how the level of complex care needs their first child had significantly impacted their life.
They shared the need to prioritise the child’s needs, and described the sacrifices they had to make,
the toll on their mental health and the resilience needed to survive in this world of motherhood.
Frida described “we felt that we were up to our eyeballs with, with it” (Frida). This physical metaphor
conveyed how overwhelming the burden of care needs were, to the point it was blocking off their
nose, mouth and ability to breathe. The participants shared the unrelenting nature of care needs,
describing how it was outside the world of typical care a baby needs, and how sustained this was,
with no reprieve: “It was not typical, and it did not stop. It went on for years, having to do things like
that” (Harriet). Harriet’s emphasis on the word “not” emphasised the relentlessness of her

experience.

The mothers shared how this burden of care came at significant personal cost: “put my life
on hold for that. And that’s not easy to do” (Gloria). Where even with good personal resources the
care is consuming: “Even | am struggling, like | am well educated” (Indira). Etta shared the deep

psychological impact the care had on her, finding fulltime work easier than life at home: “I actually
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worked full time. | did three twelve-hour shifts. But | think in hindsight that was because | was quite

depressed with Jake, and it was easier to be at work than it was with Jake” (Etta).

3.5.3.2  You Need to Split Yourself to Meet Your Children’s Needs. All participants shared
having further children led to splitting themselves to meet all their children’s needs: “still now, I'm
like 70% Avi’s mum and 30% Aviraj’s mother” (Indira). For one mother the realisation of their child’s
care needs made it apparent she would not be able to have another child “I could not in my mind,
see how | was going to split myself and be able to parent more than him, because of all the needs
that, that, he required” (Gloria). They described how this splitting of self leads to guilt and a disparity
between the mother you want to be versus the parent you must be because there is no flexibility in
the care needs: “I know it’s not nice, but it is what it is. Like we don’t make a light decision of, to be
in XXXXX, away from our other children either” (Etta).
3.5.4 The Weight of Responsibility of Bringing Another Child Into the World When Your First Child
has Profound Intellectual Disabilities

A fourth GET across participants was the weight of responsibility linked to deciding to have
further children who could have disabilities or choosing to place them into the role of a sibling carer.
They shared how they sought reassurance through testing and medical advice. For those who went
onto have further children, they felt it was necessary to provide the second child with a sibling with
whom they could share this unique experience. They described how other factors contributed to the
urgency of the decision. One participant highlighted the pressure of the decision by sharing how a life
changing diagnosis, and treatment incompatible with pregnancy felt like a reprieve, as currently the
choice has been made for her: “it has taken the pressure of deciding whether to have another child”

(Cleo).

3.5.4.1  Fear and Guilt you will Bring Another Child with Disabilities Into the World. All
seven participants described fear of future children having disabilities: “Obviously, we were worried
about how, going into birth and having another child, and if they would be disabled” (Etta). For some
this stemmed from their capacity to cope with additional care needs. For others fear was combined
with guilt for choosing to bring another child with profound intellectual disabilities into the world,
where they may suffer: “He struggles. He was struggling. And | thought, oh no, | can’t do that again

to another baby.” (Harriet).

Participants shared how fear infiltrated their subsequent pregnancies, and time spent with
their newborns. They described how anxiety pushed them to seek reassurance during extra scans
and repeatedly asking if the sonographer could see anything concerning “we had extra scans and
stuff. And I’d be like, can you see cerebral palsy? Can you see anything?” (Etta). This fear spilled over
into the postnatal period, reliving and perpetuating the loss from their first experience: “I missed out

on what should be just a really joyous experience. They were, yeah, blighted by the first experience
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of just huge trauma and fear and worry” (Harriet). The false start in the second sentence of the quote

from Harriet emphasises how difficult it was for Harriet to think about this experience.

Cleo, who was yet to decide, became tearful when sharing the potential guilt about
knowingly placing siblings into a caring role and imposing this responsibility on them: “when it’s your
first, you know, you are, to have any more, you’re already considering that they would then have
sibling carer roles” (Cleo). Other participants recognised the burden on a single sibling and felt a
responsibility to have a third for the second to share the experience with: “she will have a sibling that
she can also share this whole family experience together” (Harriet). Another acknowledged due to
their eldest’s life limiting condition their second would become an only child. So, by having a third,
the second would have someone to go through difficult times with: “when we lose him. | keep
thinking, well, maybe they'll have each other and can go to the pub together or, you know, talk to

each other” (Etta).

3.5.4.2 Needing Reassurance. Participants who had gone on to have further children
reported needing reassurance from medics and genetic testing before being able to go ahead: “we
wanted to have genetic test, then, we wanted to confirm if it is not genetic” (Indira). Others shared
whilst there were tests, they had “quite a lot of risk attached” (Frida). So, choosing to undergo
procedures for reassurance was not the easy option. Furthermore, test results took a long time to
process, so were not a simple solution to a mother’s fears. The time taken for tests was felt more
acutely in the context of their ‘biological clock’: “I was early thirties and it’s like, if we are going to do
it, we better do it” (Frida). The shift from “I” to “we” indicates Frida feeling the burden of time as an
individual experience, but that the consequences stretched beyond her, to her partner and both

their futures.

However, tests could be expedited if you are already pregnant. This meant pregnancy
without knowing the extent of the risk, potentially leaving them in another unbearable situation if
the foetus was found to be disabled: “they, can rush it through in four weeks if you’re pregnant, and
expecting another one. So, which is a bit late by then, isn’t it?” (Cleo). Cleo using third person
pronouns to describe being pregnant and expedited testing distances herself from that situation,
highlighting how intolerable it would be. For one participant there was no test available, leaving no
choice but to take the risk: “It was a leap of faith, a huge one, because you know, you just don’t
know” (Harriet). Again, the use of third person pronouns enables Harriet to create distance between

herself and a period of time that filled with fear and anxiety.

3.5.5 Finding Meaningful Support is Down to you
In the fifth GET all participants spoke to the lack of meaningful support for their mental

health and wellbeing from professionals. Support was not always offered, and when it was there was
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an absence of skills, knowledge and appropriate treatment options. This led to seeking out private

therapists and connecting with other parents of children with profound intellectual disabilities.

3.5.5.1 Parents Need Timely and Appropriate Support. Participants expressed incredulity
there was no emotional and psychological support offered during the discovery their child had
profound intellectual disabilities, when they desperately needed it: “we couldn’t believe that there
was no support, like. And there still isn’t. It's absolutely bonkers.” (Frida). Others shared when they
had the courage to ask for help, they were faced with either long wait lists or no help at all: “The GP
was a, | want to say about a years wait for counselling. The local hospital didn’t have anything to

|ll

offer me. There was no service for this. No service at all” (Gloria). Gloria’s repetition of ‘no service’
emphasises the feeling of abandonment by professionals, leaving them to struggle on in crisis with

no support.

For others standard care was offered without consideration of the nuanced support they
needed. Whilst professionals acknowledged the intervention was not suitable, there was nothing
else. This led to a sense of frustration and resignation things could not improve for them, because

there was no help:

they did say from the outset that this isn’t, you know, not post-natal depression, and
we don’t know if CBT would actually be the right kind of therapy for you to do, but

they said, you know, if you want to try you can (Cleo).
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3.5.5.2  Seeking out Support for Yourself. Due to the lack of appropriate support some
sought help independently. For some this meant proactively referring themselves: “I then looked for
talking therapy and referred myself” (Harriet). Others, who had no success with NHS services,
reached out to third sector services, but found there were still significant waits for treatment. This
led others to pursue private therapy, which for some was a positive experience: “I had some sessions
privately and | could talk through quite a lot, and it really helped me” (Gloria). Accessing private
support comes at a cost to families who are already shouldering the burden of reduced household
income due to the level of care needs. Others experience of private support echoed a lack of skills
and knowledge needed for these idiosyncratic experiences. This led to interventions feeling
unhelpful: “we couldn’t find a counsellor who was particularly qualified like, who knew anything
about the situation. We ended up going to like a couple’s counsellor, which wasn’t what we needed”

(Frida).

3.5.5.3 Peer Support is Invaluable. Participants expressed the value of peer support from
other parents of children with profound intellectual disabilities. They described a sense of belonging
and understanding they did not feel with parents of typical children. They spoke about finding a
space where they could share advice and tips for navigating caring for a child with complex additional

needs: “other parents were the best support | think | ever had” (Elizabeth).

Participants shared how valuable it is meeting other parents in the same circumstances to
help understand what is happening to them: “And then | found a few people locally who have
undiagnosed children or similar things, and | just find it so much easier to talk to them. Even though
everyone's child is so different, because there's so many different ways that they express
genetically.” (Cleo). For the participants spending extended periods in hospital compounded their
sense of isolation and being able to hear other stories would have helped them process their
experiences: “no one explains it to you, or shows you, or gives you people’s experiences. Because
even if you read some people’s experiences that are willing to share that, then you understand a bit”
(Etta). Etta’s use of “you” as a second-person pronoun creates a sense of distance from this
experience, emphasising how difficult the sense of isolation was and a desire to not return there in

the present moment.

3.5.6 Siblings Heal and Bring joy

In the final GET participants shared the deep joy more children bought to themselves, their
partners and their older siblings. The participants who went on to have further children shared a
sense of joy for not only them but their eldest child: “having another kid really made so many
positive changes with Avi, what |, what we feel” (Indira). They spoke to siblings giving them purpose
and strength to carry on when the burden of care for the eldest felt overwhelming: “I have found the

other two a breeze of fresh air and when things are tough with Jake, they keep you going and keep
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fighting, instead of collapsing, as they need you too” (Etta). Etta’s use of “I” in the first-person
pronoun highlights how this experience is one that is easier to share and demonstrates the strength

she feels from her subsequent children.

Participants further on in their journey acknowledged if they had not gone on to have more
children it would have amplified their difficult experiences and denied themselves the opportunity to
lighten the burden they carried: “the trauma and the hardship that goes with having a disabled baby
is a really heavy load, if that’s where your journey ends” (Harriet). Harriet’s use of the third-person
pronoun separates her from that experience of trauma and hardship, it reflects her decision to go on
and have further children, indicating those feelings are not hers to bear. There was an acute sense of
relief and joy they found the courage to go on and have another child despite their previous
experience because it enriched all their lives: “l am so glad that we weren’t, you know, so

heartbroken or so scared that we didn’t, you know, risk him” (Frida).

3.6 Discussion

The participants shared when motherhood began with a child with profound intellectual
disabilities it was marked with grief, isolation, a sense of burden and responsibility, fear, and strength
required to seek support. They also described the deep joy and healing additional children brought to

them and their families.

The GETs generated echo other research focused on the lived experience of parents of
children with profound intellectual disabilities. The feeling of grief and loss experienced has
previously been reported and appears to be an emotional phenomenon linked to a diagnosis of
disability, rather than solely associated with first time mothers (Geuze et al., 2023; Geuze &
Goossensen, 2021; Sheehan & Geurin, 2018). The desire to have another child for a more typical
experience of motherhood was something six participants shared, and this had not been previously

reported in mothers where birth order was not detailed.

Feeling isolated is a theme reported in literature by parents of children with a profound
intellectual disability (Geuze et al., 2023). This included: others avoiding you, you avoid others due to
a lack of understanding and fear of negative responses to your child (Geuze et al., 2023; Geuze &
Goossensen, 2021; Sheehan & Guerin, 2018). Prevalence of this experience in the wider population
indicates this is not exclusive to mothers of first-born children with profound intellectual disabilities,

but the interaction it has with the decision to have more children may be.

The burden of care when parenting a child with profound intellectual disabilities is well
documented (Brekke & Alecu, 2023; Geuze et al., 2023; Geuze & Goossensen, 2021; Shalali et al.,
2024). Mothers have spoken about existing in parallel worlds (Geuze & Goossensen, 2024) and
having to split oneself to balance the care needs of all siblings (Geuze et al., 2023; Willis & Godbold,

2024). Given the varying situations of mothers in this study, it appears existence in dual worlds
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persists over time and is not unique to the early days with a child who has profound intellectual
disabilities. However, if the burden of care is felt more acutely when the child is younger (Tadema &
Vlaskamp, 2010), it may have a greater impact on mothers who are in the process of deciding
whether to have further children. This was intensified by the pressure from their biological clock and

the time required for genetic screening.

The weight of the decision to have further children following a child with profound
intellectual disabilities has been shared previously (Geuze et al., 2023). Parents experiencing guilt
about caring responsibilities falling to a sibling is a common narrative. However, Kruithof et al.,
(2021) found that whilst parents and siblings both considered the responsibility of future care,
generally siblings did not perceive it as a burden, but a task they were willing to do. However, siblings
did report the lack of transparency in communication about parents’ expectations as challenging
(Kruithof et al., 2021). The reticence to have open discussions may stem from guilt parents feel for
imposing care responsibilities, which may be exacerbated for those with a first-born, who actively
make the choice to place siblings in this role. Kruithof et al., (2021) also reported mothers feeling the
need to have a third child to share the future burden of care, this was independent of birth order and

occurred when it was a second-born child who had profound intellectual disabilities.

The need for meaningful and timely emotional support has been previously highlighted as
beneficial for mothers’ ongoing psychological wellbeing (Lahije et al., 2023). This is of particular
importance during the child’s early years (Sheehan & Geurin, 2018). Furthermore, peer support has
been repeatedly cited as a key factor in mothers’ ability to cope (Geuze et al., 2023; Oakley et al.,

2022; Sheehan & Geurin, 2018) as well as building resilience (Willis & Godbold, 2024).

Previous evidence suggests the fear of having another child with profound intellectual
disabilities is not unique to first time mothers (Geuze et al., 2023), there is little understanding of
how this affects the decision for further children. This study highlighted how the fear of history
repeating tainted future pregnancies and parenting experiences, despite going on to have a typically

developing child.

Although the burden of care is undeniable there is support in wider literature for parenting a
child with profound intellectual disabilities being a positive experience (Geuze et al., 2023). In other
studies parents have similarly reported personal growth, sharing a sense of happiness and fulfilment
(Beighton & Wills, 2019; Geuze & Goossensen, 2024). Like the mothers in this study, others have
reported gratitude for the experience, for all they had learnt and how it shaped them as individuals
(Sheehan & Geurin, 2018). Furthermore, research supports that siblings’ experiences are positive for

all involved (Dorsman et al 2024; Geuze et al., 2023).
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3.6.1 Strengths and Limitations

A strength was using IPA to explore the experiences of mothers through a rich and detailed
narrative, in their own words (Smith, 2011). This is important due to the minimal research conducted
with this population and the implications caring has for this group (Brekke & Alecu, 2023; Fraser et
al., 2021). IPA promotes accessibility whilst permitting complexity, through a balance of prescription
and flexibility to explore the individual experience (Todorova, 2011). Through following step-by-step
guidance (Smith & Nizza, 2022) this study demonstrated fidelity to IPA theoretical underpinnings by
holding phenomenology, hermeneutics and the idiographic nature at the centre of the methodology
(Smith, 2011). This was achieved through close adherence to guidance in the extant literature of
standards for IPA and qualitative research (Levitt et al., 2018; Smith, 2011; Yardley, 2000). However,
a limitation of this research, within an IPA framework, was conducting the interviews virtually. This
may have limited the researcher’s ability to fully observe and interpret the participants body
language in the context of their spoken word, tone and intonation. However, on balance conducting
the interviews virtually at a time and date that was convenient to the participant increased the
accessibility for participation around other demands on their time, including the complex and high

care needs of their first-born child.

A key aspect of IPA is a homogenous sample (Smith & Nizza, 2022). However, people with
profound intellectual disabilities present with great heterogeneity (Doukas et al., 2017). Therefore,
while their mothers met the inclusion criteria, their individual experiences, given their child’s
presentation, may have varied greatly. Another potential difference was the position of participants
in their journey of motherhood. Six had completed their families during participation, whereas only
one was still deciding about further children. This could be attributable to the early years of
parenting a child with profound intellectual disabilities being more emotionally fraught than later
(Sheehan & Guerin 2018). It may have been easier for those further from the point of decision to
speak about the process and therefore were more likely to volunteer to participate. It may be helpful
for further research to focus on those currently making decisions about whether to have further
children to understand the experiences within the current socio-economic and political context given

the changes that may occur over time in the provision of care and support offered.

Context is key in IPA, and this includes cultural situatedness (Todorova, 2011). Although
ethnicity is not reported to protect anonymity, there was diversity within the sample, and this may
explain some of the divergences between individual participants. It would be interesting for future
research to explore the intersectionality of motherhood and culture, for example within
individualistic and collectivist societies to understand how this might impact decisions about further
children. It would also be important to explore the fathers and partners of the mothers’ perspectives

on having further children in the context of their first born having profound intellectual disabilities.
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3.6.2 Recommendations
The findings indicate the need for meaningful, appropriate and timely support for mothers of

children with profound intellectual disabilities. Furthermore, that this is implemented and delivered
by professionals who understand the nuances of adjustment and impact this caring role has on the
individual (Sheehan & Guerin 2018). It is key professionals including GP’s, midwives, health visitors
and other allied health professionals are trained how to support mothers and where to signpost for
support. Clinical psychologists can play a key role in the consumption and dissemination of evidence
in meaningful and pragmatic ways to support other professionals adopting psychologically informed

thinking to deliver meaningful, appropriate and timely support.

This research highlights the value of peer support. Signposting to local third sector services,
especially in the early years, should be standard care for mothers of first-born children with profound
intellectual disabilities. Services may consider peer specialists within teams offering support during
the period of adjustment to their child’s diagnosis. Clinical Psychologists could support other
professionals to develop co-produced pathways within services to bolster opportunities for peer
support to be offered in a meaningful way. They may also use consultation skills to support third

sector services to improve support offered to mothers across contexts and settings.

Exploration of adapted therapy for this population may prove valuable. Wider research into
psychological flexibility and acceptance and commitment therapy, has proved to be beneficial for
parents of children with disabilities (Gur & Reich, 2023). Therefore, future research could assess the
feasibility and acceptability of this approach with this population. This is a key role for Clinical
Psychologist’s to undertake. Clinical Psychologists are trained to not only deliver therapy but think
holistically about the person and how therapy can be adapted to improve not only accessibility, but

also effectiveness from an evidence-based perspective.

3.6.3 Conclusion

These findings highlight the difficulties faced by mothers to first born children with profound
intellectual disabilities when thinking about having further children. It demonstrates the need for
nuanced and timely professional support throughout their journeys of motherhood. It emphasises
the importance of connection with peers in similar circumstances as means to develop coping

strategies and building resilience.
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Appendix A Mixed Methods Appraisal Tool

Part I: Mixed Methods Appraisal Tool (MMAT), version 2018

Category of study Responses

Methodological quality criteria

desiEns Yes No | Can'ttell Comments

Screening questions S1. Are there clear research questions?

(for all types) S2. Do the collected data allow to address the research questions?

Further appraisal may not be feasible or appropriate when the answer is ‘No’ or ‘Can’t tell’ to one or both screening guestions.

1. Qualitative 1.1. Is the qualitative approach appropriate to answer the research question?

1.2. Are the qualitative data collection methods adequate to address the research question?

1.3. Are the findings adequately derived from the data?

1.4. Is the interpretation of results sufficiently substantiated by data?

1.5. Is there coherence between qualitative data sources, collection, analysis and interpretation?

2. Quantitative 2.1. Is randomization appropriately performed?

randomized controlled | 2.2. Are the groups comparable at baseline?

trials 2.3. Are there complete outcome data?

2.4. Are outcome assessors blinded to the intervention provided?

2.5 Did the participants adhere to the assigned intervention?

3. Quantitative non- 3.1. Are the participants representative of the target population?

randomized 3.2. Are measurements appropriate regarding both the outcome and intervention (or exposure)?

3.3. Are there complete outcome data?

3.4. Are the confounders accounted for in the design and analysis?

3.5. During the study period, is the intervention administered (or exposure occurred) as intended?

4. Quantitative 4.1. Is the sampling strategy relevant to address the research question?

descriptive 4.2. Is the sample representative of the target population?

4.3 Are the measurements appropriate?

4.4. Is the risk of nonresponse bias low?

4.5. Is the statistical analysis appropriate to answer the research question?

5. Mixed methods 5.1. Is there an adequate rationale for using a mixed methods design to address the research question?

5.2. Are the different components of the study effectively integrated to answer the research question?

5.3. Are the outputs of the integration of qualitative and quantitative components adequately interpreted?

5.4. Are divergences and inconsistencies between quantitative and qualitative results adequately addressed?

5.5. Do the different components of the study adhere to the quality criteria of each tradition of the methods involved?

For further information on the MMAT please see Microsoft Word - MMAT 2018 criteria-manual 2018-08-08.docx



https://bmjopen.bmj.com/content/bmjopen/11/2/e039246/DC3/embed/inline-supplementary-material-3.pdf

Exploring the World of Profound Intellectual Disabilities 83

Appendix B Topic Guide

Topic guide

Title: An Interpretative Phenomenological Analysis: What are mothers experiences of making family

planning decisions when their first-born child has profound intellectual and multiple disabilities?

ERGO Number: 93086

Topics

Prompt

Interview Question

Introduction and

Nature of study, aim and

background confidentiality.
Explain if want to stop at any
point or take a break.
Demographic questions.
Wellbeing Wellbeing check-in 1. | hope you are well and are happy to
go ahead with the interview?
2. Are you in a confidential place and
feel able to talk freely without being
overheard?
Family Current family configuration 3. Can you tell me a bit about your
family?

- Is there anyone else important to
your family in your life?

Family planning
decisions

Decision to become mother

Subsequent children

4, Can you tell me about your decision
to become a mother?

5. Issues?

6. After having what was you

experience of thinking about having further
children?

7. In what ways do you think, if any, did
your experience of parenting

shape your decision to have further
children?

Wider systems

External influences

Support

8. Outside of you and your partner, was
there anything else that influenced your
decision?

Prompts for these areas if not mentioned:

- Family

- Friends

- Professionals

- Life circumstances

9. In what ways, if any did health
professionals support you with making
decisions?

10. Isthere any support you think would
have been helpful?

- From health professionals, if not
mentioned
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Effects of decision
making

How the decision about having
further children has impacted
the person as individual and
within wider systems

Similarities/differences of impact
to person and partner

11. How do you think the process of
making family planning decisions has
shaped your life?

Prompts for theses areas if not mentioned:
- How do you think this decision has
affected your family?

- Your relationships?

- You as a person?

12. How do you think you experience of
this decision making has compared to your
partner/biological father/current partner?

debriefing form distribution.

Plan for research outcome —
thesis and publication.

Contact details and information if
they decide they would like to

withdraw from the study.

Information regarding voucher.

Advice Knowledge they would wantto |13. What would be your advice to other
share with others parents of children with PIMD be for family
planning?
14. Isthere anything else you think is
important to tell me?
Ending Additional information and
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Appendix C Participant Information Sheet

University of

Southampton

Participant Information Sheet

Study Title: An Interpretative Phenomenological Analysis: What are mothers experiences of making
family planning decisions when their first-born child has profound intellectual and
multiple disabilities?

Researcher: Jean Jevons

ERGO number: 93086

You are being invited to take part in the above research study. To help you decide whether you
would like to take part or not, it is important that you understand why the research is being done
and what it will involve.

Please read the information below carefully and ask questions if anything is not clear or you would
like more information before you decide to take part in this research. You may like to discuss it with
others, but it is up to you to decide whether or not to take part. If you are happy to participate you
will be asked to sign a consent form.

What is the research about?

| am a Trainee Clinical Psychologist studying at the University of Southampton and this research
forms part of the submission for my doctoral thesis. This research hopes to further understand
about how a mother’s experience of parenting a first-born child with profound intellectual and
multiple disabilities (PIMD) informs subsequent decisions about family planning. Although research
has explored parents experience of caring for a child with PIMD, and peoples experience of being a
sibling to those with PIMD, there is little understanding about the process mothers go through when
deciding to have further children. Understanding this experience will help identify if psychological
support to mothers and their families is needed when making these decisions. It may also highlight
any ongoing support needed following any decisions made.

Why have | been asked to participate?

You have been asked to participate because you are the biological mother to a first-born child who
has had PIMD since birth. They were also your first experience of parenting; you can speak English
and are living in the United Kingdom.

What will happen to me if | take part?

If you decide you would like to take part you will be asked some demographic data, including age,
relationship status, number and age(s) of children, eldest child’s diagnosis, ethnicity, and
employment status. Gathering this information will help us understand a bit more about your
circumstances and contextualise any information you choose to share in the interview. You will then
be asked to take part in an interview, lasting no longer than an hour where you will be asked about
your experiences of being a mother to a child with PMLD and how it shaped your future family
planning decisions. The interview will take place over MS Teams. Hopefully this will cause the least
disruption to you schedule and will mean it can take place in the comfort of your own home, in a
confidential space you feel able to speak freely. This will be a relatively informal conversation where
you will have space to talk about your experiences. If there are any questions you do not feel
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comfortable answering, we can move on, and this will not affect your participation in the research.
If at any point during the interview you decide you no longer want to take part, you can withdraw,
and your data will be removed from the study.

The interviews will be recorded on MS Teams. This will therefore include audio and visual. This is to
support the interview process and enable the interview to be transcribed for analysis. You will be
asked to sign a consent form to indicate you agree to having the interview recorded. The recordings
will be kept securely on a password protected laptop in a password protected file. The recordings
will only be listened to those directly involved in the research.

Once the interviews have been transcribed, they will be analysed to explore common themes and
issues that appear to be significant to the participants.

The results of the research will be written in the form of a doctoral thesis and submitted to the
University of Southampton as part of the researchers’ award of Doctorate in Clinical Psychology. The
thesis may also be submitted for publication in a scientific journal to help share the knowledge
found. All contributions from participants will be anonymised prior to submission to the University
or scientific journal.

As a thank you for full participation in this research you will receive a £20.00 voucher.

Are there any benefits in my taking part?

Many people find participating in research interesting, or an opportunity to reflect on their
experiences and how they have responded to life experiences. It is hoped that this research will also
benefit future mothers going through these experiences by understanding what support and help
would be helpful. Whilst there is no direct benefit for participants, you will receive a £20.00 pound
voucher as a thank you for your participation.

Are there any risks involved?

There is a chance you may find discussing your previous experiences upsetting. If you become
distressed during or following the interview, information about support services will be provided.

What data will be collected?

The data collected will be the content of the interview. This will be recorded via MS Teams. The
laptop being used is password protected. All demographic information shared will be viewed by the
researcher, Jean Jevons and stored securely on an encrypted computer system provided by the
university. If there are ant paper copies these will be scanned onto the same system and hard copies
will be destroyed.

All participant contact details will be kept on a password protected laptop for the duration of the
research to maintain contact with participants for as long as necessary, and no longer. These will be
the contact details offered by the participants in line with their preferred method of communication,
i.e., phone or email.

Identifiable information will not be used in the write up of the research project. Quotes will be
included, but remain anonymous, for example, “participant 2, in her thirties said....”

Will my participation be confidential?

Your participation and the information we collect about you during the course of the research will be
kept strictly confidential.
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Only members of the research team and responsible members of the University of Southampton may
be given access to data about you for monitoring purposes and/or to carry out an audit of the study
to ensure that the research is complying with applicable regulations. Individuals from regulatory
authorities (people who check that we are carrying out the study correctly) may require access to
your data. All these people have a duty to keep your information, as a research participant, strictly
confidential.

Interview recordings will be made, so they can be transcribed later. Once transcripts have been
made the recording will be destroyed. The transcripts will be kept on a password protected laptop.
Contact information and demographic information will also be stored securely on the password
protected laptop. If there are any hard copies of information provided by the participant they will be
scanned, saved with the other information electronically and the paper copies will be destroyed.
Electronic copies will be destroyed once the research has been completed.

Do | have to take part?

No, it is entirely up to you to decide whether or not to take part. If you decide you want to take part,
you will need to sign a consent form to show you have agreed to take part.

If you would like to participate, you can contact the researcher (Jean Jevons) via email at the
following address: J.R.Jevons@soton.ac.uk.

What happens if | change my mind?

You have the right to change your mind and withdraw at any time without giving a reason and
without your participant rights (or routine care if a patient) being affected. To withdraw from the
research, you have two weeks following the interview to inform the researcher of your decision. You
can do this by emailing them at J.R.Jevons@soton.ac.uk. Requests to withdraw after two weeks
cannot be honoured, as the data will have been transcribed and anonymised.

What will happen to the results of the research?

Your personal details will remain strictly confidential. Research findings made available in any reports
or publications will not include information that can directly identify you without your specific
consent.

The findings of this research will be submitted to the University of Southampton as part of the
researchers work towards completing a Doctorate in Clinical Psychology and will be submitted to a
scientific journal for publication.

If you would like a summary of the findings following the completion of the research, you can
indicate this on the consent form. You will receive this via email.

Where can | get more information?

For further information, please contact Jean Jevons at J.R.Jevons@soton.ac.uk.

What happens if there is a problem?

If you have a concern about any aspect of this study, you should speak to the researchers who will do
their best to answer your questions.

Jean Jevons: J.R.Jevons@soton.ac.uk

Dr Melanie Hodgkinson: M.J.Hodgkinson@soton.ac.uk



mailto:J.R.Jevons@soton.ac.uk
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Exploring the World of Profound Intellectual Disabilities 88

Dr Cheryl Jones: cj1la09@soton.ac.uk

If you remain unhappy or have a complaint about any aspect of this study, please contact the
University of Southampton Research Integrity and Governance Manager (023 8059 5058,
rgoinfo@soton.ac.uk).

Data Protection Privacy Notice

The University of Southampton conducts research to the highest standards of research integrity. As a
publicly funded organisation, the University has to ensure that it is in the public interest when we use
personally identifiable information about people who have agreed to take part in research. This
means that when you agree to take part in a research study, we will use information about you in the
ways needed, and for the purposes specified, to conduct and complete the research project. Under
data protection law, ‘Personal data’ means any information that relates to and is capable of
identifying a living individual. The University’s data protection policy governing the use of personal
data by the University can be found on its website
(https://www.southampton.ac.uk/legalservices/what-we-do/data-protection-and-foi.page).

This Participant Information Sheet tells you what data will be collected for this project and whether
this includes any personal data. Please ask the research team if you have any questions or are
unclear what data is being collected about you.

Our privacy notice for research participants provides more information on how the University of
Southampton collects and uses your personal data when you take part in one of our research
projects and can be found at
http://www.southampton.ac.uk/assets/sharepoint/intranet/Is/Public/Research%20and%20Integrity
%20Privacy%20Notice/Privacy%20Notice%20for%20Research%20Participants.pdf

Any personal data we collect in this study will be used only for the purposes of carrying out our
research and will be handled according to the University’s policies in line with data protection law. If
any personal data is used from which you can be identified directly, it will not be disclosed to anyone
else without your consent unless the University of Southampton is required by law to disclose it.

Data protection law requires us to have a valid legal reason (‘lawful basis’) to process and use your
Personal data. The lawful basis for processing personal information in this research study is for the
performance of a task carried out in the public interest. Personal data collected for research will not
be used for any other purpose.

For the purposes of data protection law, the University of Southampton is the ‘Data Controller’ for
this study, which means that we are responsible for looking after your information and using it
properly. The University of Southampton will keep identifiable information about you for 10 years
after the study has finished after which time any link between you and your information will be
removed.

To safeguard your rights, we will use the minimum personal data necessary to achieve our research
study objectives. Your data protection rights — such as to access, change, or transfer such information
- may be limited, however, in order for the research output to be reliable and accurate. The
University will not do anything with your personal data that you would not reasonably expect.

If you have any questions about how your personal data is used, or wish to exercise any of your
rights, please consult the University’s data protection webpage
(https://www.southampton.ac.uk/legalservices/what-we-do/data-protection-and-foi.page) where
you can make a request using our online form. If you need further assistance, please contact the
University’s Data Protection Officer (data.protection@soton.ac.uk).

Thank you. For taking the time to read this information and considering if you would like to
participate in this research project.


mailto:cj1a09@soton.ac.uk
mailto:rgoinfo@soton.ac.uk
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Appendix D Consent Form

University of

Southampton

CONSENT FORM

Study title: An Interpretative Phenomenological Analysis: What are mothers experiences of
making family planning decisions when their first-born child has profound intellectual
and multiple disabilities?

Researcher name: Jean Jevons
ERGO number: 93086

Participant Identification Number (if applicable):

Please initial the box(es) if you agree with the statement(s):

| have read and understood the information sheet (16 August Version 2 of
participant information sheet) and have had the opportunity to ask questions about
the study.

| agree to take part in this research project and agree for my data to be used for the
purpose of this study.

| understand my participation is voluntary and | may withdraw for up to two weeks
after the interview for any reason without my participation rights being affected.

| understand that | may be quoted directly in reports of the research but that | will
not be directly identified (e.g. that my name will not be used).

| understand that taking part in the study involves audio and video recording which
will be transcribed and then destroyed for the purposes set out in the participant
information sheet.

| agree to take part in the interview for the purposes set out in the participation
information sheet and understand that these will be recorded using audio and
video.

| understand that my personal information collected about me such as my name or
where | live will not be shared beyond the study team.

| understand that special category information will be collected about me to achieve
the objectives of the study. This will include age, gender, and ethnicity.

| would like to receive a summary of the research findings via email.

Name of participant (Print NAME)......ccceueieiricecece ettt st s s eaens

Signature of PartiCiPaNnt.......ccccccirie e ettt
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Appendix E Participant Screening Information

Screening email to be sent to clarify PIMD diagnosis with mother interested in participating.

Thank you for expressing interest in participating in this research. Given the nature of this research,
specifically exploring mothers experience with children who Profound Intellectual and Multiple

Disabilities (PIMD), it is important to clarify what we mean by this for this piece of research.

What is Profound Intellectual and Multiple Disability?

The child must have a profound learning disability.

This means they do not communicate using symbols i.e. words, PECS etc, but rely on physical objects
of reference. They may understand some verbal prompts, but their understanding of speech and
gestures will be limited. In turn they will express their emotions and needs through non-verbal and
non-symbolic (no writing, PECS etc) communication. They may also enjoy relationships with family,
carers and those who are familiar. With these people they may initiate and respond to social

interactions through gestures and emotional cues.

Typically, they will also experience physical disabilities, which may often mean they are a wheelchair
user. They will also be dependent for all activities of daily living, including toileting, personal care
needs and other health and safety tasks. They may be able to participate in some of these tasks but

are not able to complete any of them independently.

They may also have sensory impairments. This could include vision or hearing, or other wider
sensory issues linked to how their body experiences the world. These sensory and physical difficulties

may also prevent them from engaging in social, recreational, and vocational activities.

People with PIMD also tend to have complex physical health needs. This may include, but is not

limited epilepsy and being fed via feeding tubes directly into their stomachs.

For some people with PIMD they may also have behaviour that us counterproductive, harmful and

interfere with day-to-day activities and functioning.

What PIMD is not and how this can be confused

There are no specific diagnoses that fall under the term PIMD. This makes it hard to explicitly say
what PIMD is and is not. For example, whilst someone may have Autism and a Severe Learning
Disability, they would not have PIMD if they could perform some tasks independently, or used PECS,
to communicate. A person may be able to move independently from aids like a wheelchair, but they

must also meet the criteria of a profound learning disability and difficulties with communication.

Prior to participating in this research, it is important to understand if your child meets the criteria for

PIMD. This is because this study is focusing very specifically on the mothers of these people and their
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experiences. It is not to say the experience of mothers of children with other disabilities is not
important or useful to research. There may be other research more suitable to you and your child

that will be available to participate in in the future.

If you are unsure whether your child meets these criteria, then | am more than happy to discuss it

with you prior to proceeding with the study.
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Appendix F Ethics

ERGOII

Ethics and Kesearch Governance Online

mothers experiences of making family planning decisions when their first-born child has profound intellectual and multiple disabilities? (Amendment 2)

93086.A2 - An Interpretative Phenomenological Analysis: What are

| Submission Questionnaire Attachments History ]

Details

Status  Approved
Category  Category ()
Submitter's Faculty Faculty of Environmentsl and Lifs Sciencas (FELS)

The end date for this study is currently 01 September 2025

If you are making any other changes to your study please create an amendment using the button below.

Latest Review Comments

06/11/2024 09:49:08 - Committee: Approved

Ne comments

28/10/2024 15:15:43 - Committee: Approved

No comments
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University of

Southampton

Appendix G Debrief Form

Debriefing Form

Study Title: An Interpretative Phenomenological Analysis: What are mothers experiences of making
family planning decisions when their first-born child has profound intellectual and
multiple disabilities?

Ethics/ERGO number: 93086
Researcher(s): Jean Jevons, Dr Cheryl Jones & Dr Melanie Hodgkinson
University email(s): J.R.Jevons@soton.ac.uk

cjla09@soton.ac.uk
M.J.Hodgkinson@soton.ac.uk

Version and date: 26 July 2024 Version 1

Thank you for taking part in our research project. Your contribution is very valued and greatly
appreciated.

Purpose of the study

The aim of this research is to gain an understanding of how the experience of parenting for a mother
whose, first born child has profound intellectual and multiple disabilities (PIMD), impacts their
decisions about future family planning. It is known that parenting a child with PIMD can be
experienced as stressful and a burden, but people have also reported lots of positive aspects. There
has also been research conducted into siblings of people with PIMD, providing understanding of their
experience. However there has not been any research into the decision-making process around
family planning for families whose first born child has PIMD.

It is hoped that this research will help understand the experience of mothers and inform support for
their wellbeing they might need during these times of decision making. Your data will help to further
understanding about ways in which parents caring for a child with PMLD and thinking about further
child can be supported to make the right decision for them and their families.

Confidentiality

Results of this study will not include your name or any other identifying characteristics.

Study results

If you would like to receive a copy of the dissertation when it is completed, please let us know by
using the contact details provided on this form.

Further support

If taking part in this study has caused you discomfort or distress, you can contact the following
organisations for support:

Your GP is the first person you should seek help from. If they are not available or you feel unable to
keep yourself or those around you safe, please call NHS 111, 999 or attend A&E.
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Other national services that are available are:

Samaritans: The Samaritans are a service that you can call in times of crisis. Their help line is open
24 hours a day, 7 days a week. You can also email, but they may take several days to respond.
Website: www.samaritans.org

Phone: 116 123 (free to call from UK and Ireland)

Email: jo@samaritans.org

Shout: Shout is a free, confidential, 24/7 text support service for anyone in the UK who is struggling
to cope. Start a conversation by texting the word ‘Shout’ to 85258.

Further reading

If you would like to learn more about this area of research, you can refer to the following resources:
Geuze, L., Goossensen, A., & Schrevel, S. (2023). “Continuously struggling for balance”: The lived
experiences of Dutch parents caring for children with profound intellectual and multiple disabilities.

Journal of Intellectual & Developmental Disability, 48(2), 161-171.
https://doi.org/10.3109/13668250.2022.2073707

Further information

If you have any concerns or questions about this study, please contact Jean Jevons at
J.R.Jevons@soton.ac.uk who will do their best to help.

If you remain unhappy or would like to make a formal complaint, please contact the Head of
Research Integrity and Governance, University of Southampton, by emailing: rgoinfo@soton.ac.uk, or
calling: + 44 2380 595058. Please quote the Ethics/ERGO number which can be found at the top of
this form. Please note that if you participated in an anonymous survey, by making a complaint, you
might be no longer anonymous.

Thank you again for your participation in this research.


http://www.samaritans.org/
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https://doi.org/10.3109/13668250.2022.2073707
mailto:J.R.Jevons@soton.ac.uk
mailto:rgoinfo@soton.ac.uk

Exploring the World of Profound Intellectual Disabilities 96

Appendix H Reflective Diary Excerpt
Interview with “Indira”

| was in admiration of Indira’s strength individually and with her husband, especially being so far
from friends and family. During the interview she had to take a phone call from her son’s school. | felt
empathy for her, relating to the gut wrench you feel when you get a call from people caring for your
child. | was in awe of the way she candidly spoke about how difficult life is, even though she is so
capable. Also, the sacrifices she has made for her family in terms of her career, but how much joy her
children bought her. | was also in admiration of how she shared her experience of accessing an

abortion. There is so much shame surrounding it, but she spoke with courage and bravery.
Interview with “Harriet”

Hearing about Harriet’s experience of having two children so close together really resonated with
me. Also, how she described having to split herself, being in two places as a mother, and lacking
connection with other mothers. | felt inspired by her tenacity and courage to speak about her
experiences. She struck me as being brave, resilient and strong! | also appreciated her drive and

motivation to share her story to help others.
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Supplementary Material 1 Journal Guidelines

JARID Author Guidelines

Sections

. Submission
. Aims and Scope
. Manuscript Categories and Requirements
. Preparing the Submission
. Editorial Policies and Ethical Considerations
. Author Licensing
. Publication Process After Acceptance
. Post Publication
. Editorial Office Contact Details
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1. Submission

Authors should kindly note that submission implies that the content has not been published
or submitted for publication elsewhere except as a brief abstract in the proceedings of a
scientific meeting or symposium.

Once the submission materials have been prepared in accordance with the Author
Guidelines, new submissions should be made via the Research Exchange submission
portal: https://wiley.atyponrex.com/journal/JAR. Should your manuscript proceed to the
revision stage, you will be directed to make your revisions via the same submission portal.
You may check the status of your submission at anytime by logging in to
submission.wiley.com and clicking the "My Submissions" button. For technical help with the
submission system, please review our FAQs or contact submissionhelp@wiley.com.

Wiley Publishing Networks

This journal participates in the Wiley Special Education publishing network and the Wiley
Developmental Science Publishing Network. This exciting collaboration amongst our
Special Education and Developmental journals simplifies and speeds up the publication
process, helping authors find the right home for their research. At the Editors’ judgement,
suitable papers not accepted by one journal may be recommended for referral to another
journal(s) in the network. Authors decide whether to accept the referral, with the option to
transfer their paper with or without revisions. Once the referral is accepted, submission
happens automatically, along with any previous reviewer reports, thereby relieving pressure
on the peer review process. While a transfer does not guarantee acceptance, it is more likely
to lead to a successful outcome for authors by helping them to find a route to publication
quickly and easily.

2. AIMS AND SCOPE


https://onlinelibrary.wiley.com/page/journal/14683148/homepage/forauthors.html#submission
https://onlinelibrary.wiley.com/page/journal/14683148/homepage/forauthors.html#aimsandscope
https://onlinelibrary.wiley.com/page/journal/14683148/homepage/forauthors.html#manuscript
https://onlinelibrary.wiley.com/page/journal/14683148/homepage/forauthors.html#preparing
https://onlinelibrary.wiley.com/page/journal/14683148/homepage/forauthors.html#editorial
https://onlinelibrary.wiley.com/page/journal/14683148/homepage/forauthors.html#licensing
https://onlinelibrary.wiley.com/page/journal/14683148/homepage/forauthors.html#postaccept
https://onlinelibrary.wiley.com/page/journal/14683148/homepage/forauthors.html#postpub
https://onlinelibrary.wiley.com/page/journal/14683148/homepage/forauthors.html#contact
https://wiley.atyponrex.com/journal/JAR
https://submissionhelp.wiley.com/
mailto:submissionhelp@wiley.com
https://onlinelibrary.wiley.com/page/journal/15227219/homepage/developmentalsciencepublishingnetwork
https://onlinelibrary.wiley.com/page/journal/15227219/homepage/developmentalsciencepublishingnetwork
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JARID is an international, peer-reviewed journal which draws together findings derived from
original applied research in intellectual disabilities. The journal is an important forum for the
dissemination of ideas to promote valued lifestyles for people with intellectual disabilities. It
reports on research from the UK and overseas by authors from all relevant professional
disciplines. It is aimed at an international, multi-disciplinary readership.

In order for a paper to be considered for publication, it must be about people with
intellectual disabilities. Manuscripts which focus upon autism will be considered only when
the focus is also upon intellectual disabilities. Papers which focus upon autism and exclude
people with intellectual disabilities will not be considered.
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