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Purpose. Chronic primary pain conditions are characterized by significant functional

disability, emotional distress, and diagnostic uncertainty. Health-related guilt associated

with coping and livingwith chronic pain is poorly understood. There had been no attempts

to synthesize findingsonhealth-related guilt across studies. Therefore, the aimof this study

was to conduct a systemic review of evidence, to enable an understanding of the role of

health-related guilt in chronic primary pain, and to provide directions for future research.

Method. A search strategy was developed based on our eligibility criteria. Four

databases (PsycINFO, Scopus, PubMed, andWeb of Science) were searched for relevant

papers from inception to 8 July 2020. Data from 12 qualitative and six quantitative studies

were synthesized narratively.

Results. The review of qualitative studies resulted in three themes, relating to the

management of pain, diagnostic uncertainty/legitimizing pain, and how participants’ actions

or inactions affect others. These findings were integrated with evidence from quantitative

studies, which showed that higher levels of guilt were associated with more pain and pain

interference, functional impairment, and poorer psychological and social functioning.

Conclusions. The findings demonstrate that health-related guilt is an important

psychological factor associated with more pain and poorer function in people with

chronic primary pain conditions. Future research should examine health-related guilt as a

potential mediating/moderating factor leading to more distress and suffering in this

population and as a potential target for interventions.

Statement of contribution
What is already known on this subject?
� Health-related guilt associated with chronic pain is poorly understood.

� There have been no systematic reviews of this topic.

What does this study add?
� Health-related guilt is associated with more pain and poorer function in chronic primary pain

conditions.
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� It should be examined as a potential mechanism leading to more distress and suffering in this

population.

� It should be also examined as a potential target for interventions.

Background

Pain is an unpleasant sensory and emotional experience associated with actual or

potential tissue damage, and it is influencedbybiological, psychological, and social factors

(IASP). Chronic pain remains a highly prevalent health problem; it affects an estimated

20% of people globally (Macfarlane, 2016) and is associated with disability, low mood

(Pincus & McCracken, 2013), reduced social roles (Froud et al., 2014), and high clinical

and societal costs (Maniadakis & Gray, 2000; Phillips, 2006). To date, interventions that
have targeted patients’well-being have shownmoderate success (Williams, Fisher, Hearn,

& Eccleston, 2020), but there is a need to understand the psychological mechanisms that

contribute to patients’ distress and suffering. This review focuses on a phenomenon that

has been neglected in both pain research and practice – health-related guilt.

Chronic primary pain is defined as pain lasting more than 3 months that cannot be

accounted for by another condition, and is characterized by substantial functional

disability and emotional distress (Nicholas et al., 2019). Chronic primary pain conditions,

such as low back pain, have been identified as a leading cause of disability globally (Lim
et al., 2012). Many primary chronic pain conditions are also characterized by unclear

aetiology and diagnostic uncertainty, where patients invest themselves in a search of

diagnosis in order to justify and legitimize their suffering. There is a growing body of

evidence describing increases in anger and frustration, especially towards medical

professionals, who are perceived as unaccepting or failing to acknowledge suffering, or

even disbelieving the pain experience (Newton, Southall, Raphael, Ashford, & LeMarc-

hand, 2013). Individuals with invisible chronic health conditions often face stigmatization

by others (Joachim & Acorn, 2000), and stigmatizing responses by health professionals
and public are common occurrence in chronic pain (DeRuddere & Kenneth, 2016). Such

experiences are likely to result in guilt, which is defined as emotional distress that stems

from the perception that we have done something wrong or that others may believe this

(Baumeister, Stillwell, & Heatherton, 1994). In addition, the loss of independence, work,

and social activities experienced by people living with chronic pain can have a major

impact on patients’ relationships (Froud et al., 2014) and may result in conflicting

emotions including resentment, a sense of isolation, and guilt.

There is a body of theoretical and empirical evidence that describes guilt in general, but
not in reference to living with pain. Guilt belongs to a family of self-conscious emotions

alongside shame, pride, and embarrassment. Guilt combines both affective and cognitive

aspects (Kubany &Watson, 2003), including negative self-regard and unpleasant or even

painful feelings associated with the belief that we might have done something wrong or

hurt somebody (Tilghman-Osborne, Cole, & Felton, 2010). A review of 23 theory-based

definitions of guilt and 25measures of guilt suggests a lack of conceptual clarity in clinical

research, where many guilt measures and definitions reflect other constructs (Tilghman-

Osborne et al., 2010). The most common related constructs are shame, worry/anxiety,
sadness/depression, embarrassment, self-punishment, and fear. The overlap between

guilt and shame is, in particular, common; they are often treated as identical concepts, and

they have been used interchangeably, even in scientific literature. One of the most

prominent and evidence-based distinctions between the two concepts proposes that

shame implicates a negative evaluation of the ‘global self’, while guilt implicates a negative
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evaluation of a specific behaviour (Tangney, Stuewig, & Mashek, 2007). Furthermore,

shame is associated with anger and defensive responses such as blaming others, while

guilt is associated with self-blame, remorse, regret, and rumination over one’s actions,

which can often prompt reparative behaviours such as apologizing (Tangney & Dearing,
2003).

To date, there have been no attempts to integrate evidence on health-related guilt in

general, or in pain specifically. The aim of the reviewwas to provide an understanding of

the underlying evidencebase for the role of guilt in coping and livingwith primary chronic

pain, by synthesizing all quantitative and qualitative research that included an examina-

tion of guilt.

Method

A study protocol and search strategy were developed based on guidance from the Centre

for Review and Dissemination (CRD, 2009) and PRISMA statement (reported in

Supplemental Data; Moher, Liberati, Tetzlaff, & Altman, 2009). The reviewwas registered

with the PROSPERO (Booth et al., 2011), registration number: CRD42015029180.

Study selection criteria

We included studies if they were empirical, reported primary data, and were published in

peer-reviewed journals in the English language. Where data for the same sample were

reported in more than one study, the study with the largest sample was included. We

included both quantitative and qualitative studies.

The population of interest was adults, aged ≥18 years with one or more primary

chronic pain conditions. Chronic pain in childhood is associated with different
challenges, and itsmanagement requires substantial involvement of parents and teachers.

Chronic primary pain is defined as persistent ‘pain for more than 3 months and is

associated with significant emotional distress and/or functional disability, and the pain is

not better accounted for by another condition’ (Nicholas et al., 2019, p. 28). Studies that

focused on secondary chronic pain (e.g., cancer pain, rheumatoid arthritis) were

excluded. Any studies with mixed chronic pain diagnoses were required to explicitly

mention primary chronic pain conditions as part of the group.

The primary concept of interest was guilt, related to living and coping with chronic
pain. Based on the theories and definitions of guilt outlined in the introduction and to

differentiate it from other concepts such as shame (Tangney et al., 2007; Tilghman-

Osborne et al., 2010), we operationalized guilt in the following way: (1) guilt involves

either real or imagined transgressions, which are believed to have contributed to some

negative outcomes; (2) guilt should be studied in context, related to a reasonably specific

event or behaviour andmakes people contemplate their actions or inactions; and (3) guilt

is different from constructs such as shame, and because they are often used interchange-

ably (Tangney et al., 2007), studies examining such conceptswere included in the search/
extraction and the decision on inclusion in the synthesis was made by examining the full

manuscript. Finally, because guilt is a common term in suicidality, self-harm, and criminal

behaviour literatures, our initial search returned a great number of such studies. We

therefore refined our final search (CRD, 2009) by excluding those terms.

Factors studied in associationwith guilt were any physical andmental health variables,

including quality of life, and psychological and social functioning variables. If a study
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additionally examined guilt in relation to some other variables such as demographic

variables, these were also extracted and reported in the synthesis.

For qualitative studies, the inclusion criteria were guilt associated with living and

coping with chronic primary pain conditions. Due to the ambiguity of overlapping
concepts such as shame, worry, and frustration (Tilghman-Osborne et al., 2010), studies

were only included if they explicitly mentioned guilt, as evident in participants’ quotes.

Studies were excluded if they failed to cite a verbatim quote mentioning guilt, even when

authors interpreted guilt as a theme or category in their analysis. Studies that solely

examined health care professionals’ or significant others’ perspectives of guilt were

excluded.

For quantitative studies, the inclusion criteria were a study that had to both measure

and statistically analyse guilt by measuring the association between guilt and another
factor; and studies that merely measured guilt frequency and compared it with a control

group were excluded. Additionally, if a study included a measure of a different concept

(e.g., depression) containing a guilt item, which was not analysed separately, the study

was not included. These latter exclusions were necessary to avoid ambiguity in the

interpretation of findings.

Information sources and search strategy
We developed a search strategy that was in line with our operationalization of guilt and

eligibility criteria. The full search strategy for one database can be found in the

Supplemental Data. This search strategy was adapted for all four databases (PsycINFO,

Scopus, PubMed, andWeb of Science), which were searched from their beginnings to 31

August 2016 and updated on 8 July 2020. To identify additional relevant papers, manual

citation searcheswere also conducted. Itwas not possible to include all individual primary

chronic pain diagnoses in our original search strategy, and to ensure theywere all covered,

we additionally searched twodatabases (onemedical – PubMed; and one generic –Webof
Science) for each ‘primary chronic pain condition’ (Nicholas et al., 2019) and ‘guilt’.

Screening of publications and study selection

Two Web-based software programs for managing data in systematic reviews were used:

EPPI-Reviewer 4.0 (Thomas, Brunton, & Graziosi, 2010) was used for deduplication and

screening of publications during the initial database search, while Rayyan (Ouzzani,

Hammady, Fedorowicz, & Elmagarmid, 2016) was used when the search was updated in
July 2020. Publications were independently screened by title/abstract by two reviewers

(DS and TP) and a trained research assistant. At the second stage, full-text papers were

screened independently by DS and TP, and any disagreements were resolved by

consulting a third reviewer (ME).

Quality assessment of individual studies

Qualitative and quantitative studies were assessed using the Mixed Methods Appraisal
Tool (MMAT) – version 2011 (Pluye et al., 2011). Table 3 shows the respective assessment

questions. Anoverall quality scorewas calculated for each study by dividing the number of

criteria met by the total number of items, with scores potentially varying from 0% (no

criterion met) to 100% (all criteria met; Pluye et al., 2011). Calculating overall scores and

excluding studies with lowmethodological quality has been criticized (Hong et al., 2018);
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therefore, we used them only for guidance purposes and no studies were excluded based

on their methodological quality. The MMAT demonstrated high reliability and validity in

other studies (Pace et al., 2012). Three reviewers (KP, DS, and ME) and a trained research

assistant assessed all studies for quality. Taskswere shared so that each studywas assessed
independently by two reviewers and any disagreementswere decided by a third reviewer.

Data extraction

Three reviewers (DS, ME, and TP) were involved in each stage of data extraction and

synthesis by sharing studies and tasks, where evidence from each study was indepen-

dently extracted/coded by two reviewers and any disagreements were resolved by a third

reviewer.
The following information was extracted from publications: authors, year of

publication, country where the study was conducted, sample size, participants’ sex,

age and health condition, study setting, design, analysis, measured constructs, and

findings (effect sizes were extracted from quantitative studies and participants’ quotes

from qualitative studies).

Data synthesis
The syntheses of qualitative and quantitative evidence were conducted separately, and

they were equally weighted in terms of their importance. Evidence from qualitative

studieswas reported first, followedby evidence fromquantitative studies,whichwas then

integrated with the findings from qualitative studies where appropriate. Integration of

evidence was achieved by looking for overlaps or associations between qualitative and

quantitative evidence and reporting them.

We used a thematic synthesis approach to synthesizing evidence from qualitative

studies (Thomas & Harden, 2008). The synthesis is a three-stage process: (1)
extraction/coding: extracting guilt-related participants’ quotes and coding them: (2)

grouping: organizing related codes into ’descriptive’ themes; and (3) abstraction:

synthesizing descriptive themes into abstract ‘analytical’ themes. Firstly, participants’

guilt-related quotes were extracted from each study and then coded according to their

meaning. The codes were translated from one study to another, and new ones were

developedwhen necessary. The next stepwas to compare and contrast the codes in order

to start grouping them into descriptive themes, which still closely reflected the findings

from the included studies. The final step was to synthesize these themes into more
abstract analytical themes.

Next, we synthesized evidence from quantitative studies that met the inclusion

criteria. Meta-analysis was not suitable, due to expected heterogeneity of data and

methodologies. Therefore, we aimed to synthesize evidence narratively, following the

guidance by the Centre for Review and Dissemination (CRD, 2009). This recommends a

general narrative synthesis framework consisting of: (1) developing a theory; (2)

developing a preliminary synthesis of findings; (3) exploring relationships within and

between studies; and (4) assessing the robustness of the synthesis. These elements do not
need to be conducted in a consecutive order and can overlap. An agreement was reached

that results should be grouped and synthesized thematically according to the factors that

were studied in association with guilt, for example, affect, cognitions, functional

impairment.
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Results

Database searching and coding
The PRISMA flow chart of the full study selection process is shown in Figure 1. Database

searching resulted in 20,256 records. After removing duplicates, 13,706 records

remained. An additional 12 articles were identified by manual citation and database

searching. Screening of titles and abstracts resulted in 13,555 records being excluded. The

remaining 163 articleswere read full text, 16were included in the synthesis, and 147were

excluded. A total of 16 articles (containing 18 studies) were included in the synthesis, of

which five articles (containing six studies) were quantitative and 11 articles (containing

12 studies) were qualitative.

Study characteristics

Study and participant characteristics are described in Tables 1 and 2, respectively. In

summary, the 12 qualitative studies from 11 articles included in the synthesis were

published between 1998 and 2018. Eight were conducted in the United Kingdom, two in

Australia, one in the United States, and one in New Zealand. Five studies recruited
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Figure 1. Flowchart of study selection process. [Colour figure can be viewed atwileyonlinelibrary.com]
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participants from either inpatient or outpatient clinics, five studies recruited participants

either in community or via patients’ networks, one study recruited participants from both

clinic and community, and one study recruited participants from specialist care (an

exercise programme). Three studies used interpretative phenomenological analysis,
three studies used grounded theory, three studies used thematic analysis, one study used

framework analysis, one study used interpretative description framework, and one study

used content analysis. Seven studies used semi-structured interviews as a data collection

method, two studies used open-ended narrative interviews, two studies used focused

groups, and one study conducted content analysis of online survey responses.

The six quantitative studies from five articles included in the synthesis were published

between 1998 and 2018. Three studies were conducted in the United Kingdom and three

in the United States. Three studies recruited participants from either inpatient or
outpatient clinics, two studies additionally recruited participants from both pain clinics

and online pain self-help groups, and one study recruited participants online. All six

studies were cross-sectional questionnaire studies and employed either independent t-

test, Mann–WhitneyU-test, correlational, regression, mediation, structural equationmod-

elling (SEM), or a combination of these analyses.

Participant characteristics
The 12 qualitative studies included 410 participants. Eight studies included participants

with chronic low back pain diagnoses, three included participants with more than one

chronic pain diagnoses, and one study included participants with chronic widespread

pain diagnoses.

The five quantitative studies included 2,316 participants with one or more chronic

pain condition. Two studies included participantswith a chronic lowback pain diagnosis,

one study included participants with chronic low back pain/sciatica diagnoses, one

included participantswithmore than one chronic pain diagnoses, and one study included
participants with chronic pain with at least 1 year post-injury with no clear pathological

cause.

Quality assessment

Table 3 shows quality assessment information for all studies. Six qualitative studies met

100% of criteria, two studies met 75% of criteria, and two studies met 50% of criteria. Two

quantitative studiesmet 100%of criteria, and three studiesmet 75%of criteria. Onemixed-
methods study met 100% of criteria.

Synthesis of evidence

Synthesis of qualitative evidence

Analytical themes, descriptive themes, and supporting quotes are presented in Table 4.

Three analytical themes resulted from seven descriptive themes, relating to guilt about:

(1) how participants manage their condition; (2) legitimacy of their condition; and (3)

how their actions/inactions affect others.

Guilt related to managing condition consists of three descriptive themes, where

participants expressed: (1) feeling guilty about non-adhering and not being able to follow
treatment (Darlow et al., 2013; Slade, Molloy, & Keating, 2009); (2) the presence or
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absence of practitioner-related guilt (Rhodes, McPhillips-Tangum, Markham, & Klenk,

1999; Slade et al., 2009); and (3) treatment, such as cognitive behavioural therapy (CBT),

helps to relieve guilt (Bee,McBeth,MacFarlane,& Lovell, 2016). For example, participants

reported feeling guilty about not doing the recommended exercise: . . .not doing the

exercises that I’m supposed to do. . .and guilt rides on my shoulder like a gremlin. . .
(Darlow et al., 2013); and letting their doctor down because they were unable to control

their condition: As the patient, you’re the focal point and you feel guilty internally and

externally (Rhodes et al., 1999).

Guilt relating to legitimacy of condition comprised two descriptive themes where

participants reported guilt related to: (1) the lack of concrete evidence/diagnosis for their

condition (Osborn & Smith, 1998; Serbic & Pincus, 2013), for example: I feel guilty that I

can’t tell anybody something concrete, that I cannot give a specific reason (Serbic &
Pincus, 2013); and (2) feeling like a fraud or criminal when others did not believe their

symptoms (Holloway, Sofaer-Bennett, &Walker, 2007; Wainwright, Wainwright, Keogh,

& Eccleston, 2015).

Finally, guilt relating to how participants’ actions/inactions affected others encom-

passed two descriptive themes, where participants expressed feeling guilty about: (1) not

being able to work (Ryan, Lauchlan, Rooney, Hollins Martins, & Gray, 2014; Serbic &

Pincus, 2013); and (2) not being able to carry out family and social roles (Mason,

Skevington, & Osborn, 2004; Osborn & Smith, 1998; Serbic & Pincus, 2013; White &
Seibold, 2008). For example, participants reported letting others down and not living up

to their own and others’ expectations of themselves. They discussed these feelings with

reference to their relationships, family/parental responsibilities, and friends, for example:

. . .as your children grow up with you in pain, you are likely to feel guilty because they

have to face issues and shoulder burdens that other kids don’t. . . (White & Seibold,

2008). These findings are further supported by Mason et al. (2004) second study, where

they content analysed responses from 177 participants; guilt and burdening others facet

was elicited by 17.5% of respondents.

Synthesis of quantitative evidence

Table 5 shows how evidence from quantitative studies was synthesized. Results were

grouped according to the factors that were associated with guilt. This resulted in five

broad categories, which included associations with: (1) pain and pain interference/

behaviours; (2) functional impairment; (3) psychological functioning (affect and

cognitions/coping strategies); (4) social functioning; and (5) demographics. These
associations are described in more detail below. If a relationship was examined twice

within a study, for example, as a univariate relationship (e.g., Pearson’s correlation or t-

test) and as amultivariate relationship (e.g.,multiple regression or SEM), both resultswere

reported. Where quantitative results could be integrated with qualitative results, this is

noted and examples are provided. This was achieved by looking for overlaps or

associations between qualitative and quantitative evidence and reporting them. Quality

assessment scores were similar and good overall (75–100%; see Table 3).

The included studies used either a dispositional measure of guilt such as guilt
proneness (Conant, 1998; Turner-Cobb, Michalaki, & Osborn, 2015) or a situational

measure. Two situational measures of guilt were used: (1) guilt/worry related to the

impact of one’s pain on significant relationships, and limitations onone’s ability to provide

care to others (Ziadni, You, Wilson, & Darnall, 2018); and (2) pain-related guilt, which

consists of three subscales: social guilt (relating to how pain interferes with social life/

82 Danijela Serbic et al.
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relationships), managing condition/pain guilt (relating to inability to manage pain), and

verification of pain guilt (relating to the absence of clear evidence/diagnosis; Serbic &

Pincus, 2017; Serbic, Pincus, Fife-Schaw, & Dawson, 2016).

Associations with pain intensity, interference, and behaviours

The relationship between pain interference and guilt proneness was significant (small

effect size) in one study (Conant, 1998). This is supported by another study (Ziadni et al.,

2018), in which guilt/worry related to pain/relationships was positively correlated with

pain behaviours and pain interference, as well as with its five facets: activity, walking,

work, sleep, and relationships (medium to large effect sizes). These findings were

reflected in several participants’ quotes relating to guilt stemming from how their actions
or inactions affect others, for example: She [mother-in-law]wanted her house decorating

the other week. I said I can’t even do my own and I feel guilty (Osborn & Smith, 1998).

Furthermore, pain intensity was positively associated with both guilt/worry related to

pain/relationships and pain-related guilt in three studies (medium effect sizes; Serbic &

Pincus, 2017; Serbic et al., 2016; Ziadni et al., 2018). However, the relationship between

pain intensity and guilt proneness was not significant (Conant, 1998; Turner-Cobb et al.,

2015).

Associations with functional impairment

A similar pattern of results was found when guilt was examined in relation to functional

impairment, where a non-significant relationship was found between disability and guilt

proneness (Turner-Cobb et al., 2015). However, guilt/worry related to pain/relationships

and pain-related guilt were significantly correlated with poorer physical functioning and

increased fatigue and disability (medium to large effect sizes, Serbic&Pincus, 2017; Serbic

et al., 2016; Ziadni et al., 2018). When these relationships were examined as part of
multivariate analyses by Serbic et al. (2016) (including depression, anxiety, pain, and

diagnostic uncertainty in themodel), they remained significant apart from the relationship

between verification of pain guilt and disability. The largest effect sizes were for

management of pain/condition guilt and social guilt, and this is also reflected in

participants’ quotes: ‘You feel like you’re letting people down, like when you should be

able. . .to be a good friend or be a good employee, then you feel guilty ‘cause you can’t

and it sucks’ (Serbic & Pincus, 2013).

Associations with psychological function – cognitions/coping strategies

In line with the above findings, pain-related guilt and its subscales were associated with

reduced acceptance of pain and its subscales (Serbic & Pincus, 2017); effect sizes ranged

from small to large, with social guilt reaching large effect sizes in all these analyses.

Acceptance was also a mediator between pain intensity/disability and pain-related guilt

subscales (medium to large effect sizes). The following quote, related to CBT treatment,

reflects the role of acceptance: ‘If I say to my husband, “I’m not going out, I really don’t

want to,” I don’t feel guilty now. Before I would never admit that, so from that

perspective, things have changed, because I will say what I think and I will say no, I’m

not doing it or I can’t do it. So the way I cope with my pain has changed’ (Bee et al.,

2016).
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Guilt/worry related to pain/relationships was associated with increased pain

catastrophizing and its subscales of rumination, magnification, and helplessness (medium

to large effect sizes; Ziadni et al., 2018). In line with previously reported findings, when

guilt pronenesswas assessed in relation to internal health locus of control (Conant, 1998),
the relationship was not significant.

Guiltwas examined in relation to diagnostic uncertainty in one study only (Serbic et al.,

2016). Participants who were uncertain about their diagnosis reported more pain-related

guilt (medium to large effect sizes for the three subscales) while the multivariate analysis

(including depression, anxiety, disability, and pain) showed that diagnostic uncertainty

was significantly and positively associated with verification of pain guilt (medium effect

size). This relationship was also evident in participants’ quotes, for example: ‘. . .didn’t
like my GPs before – I just didn’t like the face that they pulled, like, “Oh, again.” They

would do the note but I would leave their practice with a very guilty feeling and I was

feeling like a criminal sometimes . . . [the pain] was real . . . I looked healthy, but it was

true. . .’ (Wainwright et al., 2015).

Associations with psychological function – affect

Following the pattern of above results, guilt/worry related to pain/relationships (Ziadni

et al., 2018) and pain-related guilt subscales (Serbic et al., 2016) were also associated with
increased anxiety and depression (medium to large effect sizes). Although when these

relationships were examined within a multivariate analysis (where disability, diagnostic

uncertainty, and pain were also included), the relationship between anxiety and social

guilt and verification of pain guilt were no longer significant (Serbic et al., 2016). This is

also reflected in participants’ quotes: think your partners suffer, which makes you feel

very guilty, andbecause you feel guilty, you then get depressedand it’s a vicious circle, it

really, really is (Mason et al., 2004).

Anger was positively correlated with guilt (medium effect size; Ziadni et al., 2018) and
guilt proneness (Conant, 1998; in both univariate andmultivariate analyses) with small to

medium effect sizes. The relationship with anger is also evident in participants’ quotes: I

do feel guilty, I know that my back really does hurt and I’m not making it up and I feel

sort of angry that I can’t do it and I think well I wish I could just prove to them that my

back really is bad (Osborn & Smith, 1998).

Associations with social functioning

One study (Ziadni et al., 2018) found a positive significant relationship between isolation

and guilt (medium effect size). Another study (Conant, 1998) found a positive significant

relationship between guilt proneness and perceived punishing responses from others

(small effect sizes). This relationship is also reflected inparticipants’ quotes: ‘. . .the people
who were running the program would get angry with me [when I couldn’t do the

exercise correctly] and so it didn’t actually help I felt guilty for a long time’ (Slade et al.,

2009).

Associations with demographics

Females reported more guilt/worry related to pain/relationships (Ziadni et al., 2018).

However, there were no significant differences between males and females on any types

of pain-related guilt in another study (Serbic & Pincus, 2017).
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Discussion

The aimof this reviewwas to systematically appraise and integrate research evidence from
studies that examined experiences of health-related guilt in people with chronic primary

pain conditions. The key findings of the review of qualitative evidence were around the

focus of guilt,which included three themes relating to themanagement of pain, diagnostic

uncertainty/legitimizing pain, and how participants’ actions or inactions affect others.

These findings were then integrated with evidence from quantitative studies, which

focused on factors associated with guilt, indicating that higher levels of guilt were

associated with more pain (intensity, interference, and pain behaviours), functional

impairment, and poorer psychological adjustment (affect, cognitions) and social
functioning. No causal path can be inferred, but the evidence indicates towards a path

in which the combination of persistent pain and impaired function results in a series of

self/other evaluations, which lead to guilt, and that the presence of guilt exacerbates

distress and further impairs relationships.

The process we propose for the emergence of guilt is congruent with the cognitive

model of guilt-based PTSD (Lee, Scragg, & Turner, 2001). The theory, as applied to pain,

suggests that if the meaning of the pain or the meaning of the consequences of the pain is

associated with a violation or departure from personal standards of behaviour, and/or a
feeling of responsibility for causing harm to others, guilt arises. This suggests that at the

core of health-related guilt is the dissonance between the perceived ought self and the one

lived-self. This explains why acceptance of pain may be a useful intervention to reduce

guilt and, as a consequence, reduce distress.

An important feature of guilt centres around diagnostic uncertainty, and the imagined

or correct perception that others disbelieve the pain experience and its consequences.

This was particularly evident in patients’ relationship with health practitioners (Rhodes

et al., 1999; Slade et al., 2009; Wainwright et al., 2015). This suggests that reassuring
patients and validating their pain experiences might be the first step towards helping

them to avoid or reduce guilt. However, patients are also challenged at societal level and

often face stigma. Potential solutions might involve enhancing public knowledge of

chronic pain through education and development of interventions that target resilience of

patients with chronic pain (DeRuddere & Kenneth, 2016).

Research suggests that generally guilt may be lessened through behaviours, which

include apologizing and seeking forgiveness (Tangney et al., 2007), and that it can also

have a positive role, motivating remorse, and reparative behaviours (Tilghman-Osborne
et al., 2010). However, the relevance of such strategies in health-related guilt is highly

questionable and they can even be inappropriate, as in the case of apologizing to health

care providers for not improving. Instead, the relationships between guilt and various

cognitions and coping strategies might provide a better insight on strategies to reduce

guilt. For example, pain acceptance was associated with lower levels of guilt (Serbic &

Pincus, 2017) and pain catastrophizing (Ziadni et al., 2018)was associated with increased

levels of guilt, indicating that targeting underlying pain cognitions might be a beneficial

approach.

Implications for future research and practice

The findings suggest that health-related guilt is perceived by people living with chronic

pain as a consequence of the expectations they have from themselves, and those they

perceive others to have from them, and overall, the impact of such guilt is negative,
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leading to further distress and withdrawal. However, because of the methodologies used

in the studies reviewed here, the relationships between pain and compromised function,

guilt, and pain-related behaviours are yet to be clarified. Guilt might be a direct mediator

between pain and distress, or may be part of vicious cycle in which guilt serves to reduce
engagement, and leads to further impairment and reduced function. Future studies should

use prospective designs and mixed methodologies combining qualitative reports of

personal experiences, and quantitative measure of behaviours and clinical outcomes.

An important priority for future research is to establish how to reduce guilt in people

living with chronic primary pain conditions. While guilt is a perfectly normal and often

functional emotion, this review suggests that it can also be unhelpful. Recognizing and

addressing this should be included in communication in routine and expert appoint-

ments, and, for people struggling to adjust, might include specific interventions within
multidisciplinary or pain management psychological treatments. Our findings suggest

that Acceptance and Commitment Therapy (ACT) and CBTmight be potential treatments

to target guilt, because they aim to change beliefs about self and others.

Furthermore, clearer definitions of guilt are needed when conducting investigations

into health-related guilt. This requires a better understanding of guilt as an emotion, but it

also requires an understanding of guilt from other perspectives such as philosophical and

sociological. Combining these with psychological perspectives may help provide a better

understanding of this complex concept (Tilghman-Osborne et al., 2010). Furthermore,
researchers need to carefully consider whether to use a dispositional or a situational

measure of guilt. Research shows that there is heterogeneity in both theoretical

definitions and measurement of guilt, and the existing measures of guilt share only about

60% of the same concepts (Tilghman-Osborne et al., 2010). Our review of the literature

showed that a substantial amount of research, in particular qualitative studies, did not

clearly define guilt, and subsequently, findings were potentially compromised by other

concepts that were often interpreted as guilt. Such studies were not included in our

synthesis.

Limitations

There are some limitations to our review. Themajority of relationships between guilt and

associated factors were examined by a small number of quantitative studies; therefore,

results should be interpreted with caution. In addition, the majority of qualitative studies

did not specifically focus on guilt; hence, participants’ references to guilt in those studies

are often brief. The aim of this review was to develop a theoretical model through the
synthesized data. However, no causal paths can be inferred based on our limited and

mostly qualitative data. Furthermore, there were insufficient data to examine any chronic

pain conditions in isolation, as the majority of the studies focused on chronic low back

pain or a mix of chronic pain diagnoses.

As mentioned above, due to the lack of clarity about conceptualization of guilt, we

included only qualitative studies inwhich participants directly expressed feelings of guilt.

We believe that our approach brings clarity to our findings. However, it also assumes that

people are always able to identify and discriminate their own feelings. The validity of the
synthesis process was maximized by conducting the qualitative and quantitative

syntheses separately and ensuring that each step of the synthesis was conducted

independently by two reviewers, any disagreements were resolved by a third reviewer.

Finally, the studies included in our review were mostly conducted in a small number of
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Western countries. There could be cultural variations in guilt (Tilghman-Osborne et al.,

2010), and future research should explore this.

Conclusions

This review indicates that health-related guilt is an important yet neglected issue in

chronic primary pain conditions. It is associated with more pain and poorer function;

thus, future research should examine it as a potentialmediating/moderating factor leading

to more distress and suffering. A better understanding of how it can be prevented,

reduced, and managed is also needed. Our findings suggest that as a starting point,

acceptance-based coping strategies and treatments and practitioner–patient communi-

cation should be key research targets.
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Hong, Q. N., Pluye, P., Fàbregues, S., Bartlett, G., Boardman, F., Cargo,M., . . .Vedel, I. (2018).Mixed

methods appraisal tool (MMAT), version 2018. Registration of copyright, 1148552.

IASP. International Association for the Study of Pain, terminology [electronic source]. Available at:

www.iasp-pain.org (Accessed October 26, 2020).

Joachim, G., & Acorn, S. (2000). Stigma of visible and invisible chronic conditions. Journal of

Advanced Nursing, 32(1), 243–248. https://doi.org/10.1046/j.1365-2648.2000.01466.x
Keller, S., Bann, C. M., Dodd, S. L., Schein, J., Mendoza, T. R., & Cleeland, C. S. (2004). Validity of

the brief pain inventory for use in documenting the outcomes of patients with noncancer pain.

The Clinical Journal of Pain, 20(5), 309–318. https://doi.org/10.1097/00002508-200409000-
00005

Kubany, E. S., &Watson, S. B. (2003). Guilt: Elaboration of amultidimensional model. Psychological

Record, 53(1), 51–90.
Lee, D. A., Scragg, P., & Turner, S. (2001). The role of shame and guilt in traumatic events: A clinical

model of shame-based and guilt-based PTSD. British Journal of Medical Psychology, 74,

451–466. https://doi.org/10.1348/000711201161109
Lim, S. S., Vos, T., Flaxman, A. D., Danaei, G., Shibuya, K., Adair-Rohani, H., . . . Ezzati, M. (2012). A

comparative risk assessment of burden of disease and injury attributable to 67 risk factors and

risk factor clusters in 21 regions, 1990–2010: A systematic analysis for the Global Burden of

Disease Study 2010. The Lancet, 380(9859), 2224–2260. https://doi.org/10.1016/S0140-6736
(12)61766-8

Macfarlane, G. J. (2016). The epidemiology of chronic pain. Pain, 157, 2158–2159. https://doi.org/
10.1097/j.pain.0000000000000676

Maniadakis, N., & Gray, A. (2000). The economic burden of back pain in the UK. Pain, 84(1),

95–103. https://doi.org/10.1016/s0304-3959(99)00187-6
Mason, V. L., Skevington, S. M., &Osborn, M. (2004). Development of a pain and discomfort module

for use with the WHOQOL-100. Quality of Life Research, 13, 1139–1152. https://doi.org/10.
1023/B:QURE.0000031344.53009.eb

Health-related guilt in chronic primary pain 93

https://doi.org/10.1097/01.mlr.0000258615.42478.55
https://doi.org/10.1097/01.mlr.0000258615.42478.55
https://doi.org/10.1023/A:1026205919997
https://doi.org/10.1370/afm.1518
https://doi.org/10.1097/j.pain.0000000000000512
https://doi.org/10.1016/j.pain.2009.12.016
https://doi.org/10.1186/1471-2474-15-50
https://doi.org/10.1207/s15327752jpa5503&4_30
https://doi.org/10.1207/s15327752jpa5503&4_30
https://doi.org/10.1080/09638280601107260
https://doi.org/10.1080/09638280601107260
http://www.iasp-pain.org
https://doi.org/10.1046/j.1365-2648.2000.01466.x
https://doi.org/10.1097/00002508-200409000-00005
https://doi.org/10.1097/00002508-200409000-00005
https://doi.org/10.1348/000711201161109
https://doi.org/10.1016/S0140-6736(12)61766-8
https://doi.org/10.1016/S0140-6736(12)61766-8
https://doi.org/10.1097/j.pain.0000000000000676
https://doi.org/10.1097/j.pain.0000000000000676
https://doi.org/10.1016/s0304-3959(99)00187-6
https://doi.org/10.1023/B:QURE.0000031344.53009.eb
https://doi.org/10.1023/B:QURE.0000031344.53009.eb


Moher, D., Liberati, A., Tetzlaff, J., & Altman, D. G. (2009). Preferred reporting items for systematic

reviews and meta-analyses: The PRISMA statement. PLoS Med, 6, e1000097. https://doi.org/10.

1371/journal.pmed.1000097

Newton, B. J., Southall, J. L., Raphael, J. H., Ashford, R. L., & LeMarchand, K. (2013). A narrative

review of the impact of disbelief in chronic pain. Pain Management Nursing, 14, 161–171.
https://doi.org/10.1016/j.pmn.2010.09.001

Nicholas, M., Vlaeyen, J.W. S., Rief,W., Barke, A., Aziz, Q., Benoliel, R., . . . Treede, R.-D. (2019). The
IASP classification of chronic pain for ICD-11: Chronic primary pain. Pain, 160(1), 28–37.
https://doi.org/10.1097/j.pain.0000000000001390

Osborn, M., & Smith, J. A. (1998). The personal experience of chronic benign lower back pain: An

interpretative phenomenological analysis. British Journal of Health Psychology, 3(1), 65–83.
https://doi.org/10.1111/j.2044-8287.1998.tb00556.x

Ouzzani, M., Hammady, H., Fedorowicz, Z., & Elmagarmid, A. (2016). Rayyan—A web and mobile

app for systematic reviews. Systematic Reviews, 5, 210. https://doi.org/10.1186/s13643-016-

0384-4

Pace, R., Pluye, P., Bartlett, G., Macaulay, A. C., Salsberg, J., Jagosh, J., & Seller, R. (2012). Testing the

reliability and efficiencyof thepilotMixedMethodsAppraisal Tool (MMAT) for systematicmixed

studies review. International Journal of Nursing Studies, 49(1), 47–53. https://doi.org/10.
1016/j.ijnurstu.2011.07.002

Phillips, C. J. (2006). Economic burden of chronic pain. Expert Review of Pharmacoeconomics &

Outcomes Research, 6, 591–601. https://doi.org/10.1586/14737167.6.5.591
Pincus, T., & McCracken, L. M. (2013). Psychological factors and treatment opportunities in low

back pain. Best Practice & Research Clinical Rheumatology, 27, 625–635. https://doi.org/10.
1016/j.berh.2013.09.010

Pluye, P., Robert, E., Cargo, M., Bartlett, G., Ocathain, A., Griffiths, F., . . . Rousseau, M. (2011).

Proposal: A mixed methods appraisal tool for systematic mixed studies reviews. Montréal:
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