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Abstract

Purpose Cognitive behavioural therapies (CBTs) are a standard of care for treatment of many ‘hidden symptoms’ in people
with MS (PwMS), such as stress, depression, and fatigue. However, these interventions can vary widely in formatting and may
not be tailored for PwWMS. To optimize CBTs for MS, understanding the experiences of PWMS and clinicians is essential. This
systematic review and meta-aggregation synthesizes existing qualitative data on stakeholder perspectives of CBTs for PwWMS.
Methods Systematic searches across five major electronic databases were conducted. Studies reporting qualitative data were
identified. Two reviewers performed screening, quality assessment, data extraction, and certainty of evidence assessments.
Meta-aggregation was performed as per the Joanna Briggs Institute approach, entailing qualitative data extraction, develop-
ing categories, and synthesizing overall findings.

Results Twenty-eight studies were included in this review, comprising data from 653 PwMS and 47 clinicians. In the meta-
aggregation, 122 qualitative results were extracted and grouped into nine categories. Categories were then combined into
six synthesized findings: (1) setting the context-life with MS, (2) reasons for participating in CBTs, (3) acceptability of and
experiences with participating in CBTs, (4) perceived benefits of CBTs, (5) perceived challenges with CBTs, and (6) sug-
gestions to improve CBTs for PwMS.

Conclusions A range of benefits including psychological, social, and lifestyle improvements were reported, but varied based
on the design of the CBT intervention. Future CBT interventions should be tailored to participant needs, delivered in group
settings, offer online options, and be delivered by a trained facilitator familiar with MS. Further exploration of the ideal CBT
design for PwMS, as well as engagement with caregivers and clinicians treating MS, is warranted.
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Introduction

Multiple sclerosis (MS) is a chronic neurodegenerative
condition characterized by inflammation and demyelina-
tion of the central nervous system [1]. Global estimates
suggest that over 2.8 million people are currently living
with MS and this continues to increase each year [1].
Although MS has been found in a variety of populations,
females and those of European descent tend to be at high-
est risk [1]. Although advances in the treatment modali-
ties have expanded the life expectancy of people with MS
(PwMS), living longer does not always translate into living
well [2]. For instance, symptoms of anxiety, depression,
and fatigue are highly prevalent among PwMS [3-5]; with
prevalence rates of 30.5% for depression and 22.1% for
anxiety reported in a recent meta-analysis [6]. “Hidden
symptoms” such as these can have profound effects on
physical, emotional, cognitive, and social functioning [1,
7, 8]. Nevertheless, the effective interventions for hidden
symptoms and their impacts on daily life are lacking [7].

Cognitive behavioural therapy (CBT) refers to a family
of psychological interventions and is widely considered
to be the “gold standard” of psychotherapy [9, 10]. In the
context of MS, CBTs can also be used in the treatment
of ‘physical’ hidden symptoms such as fatigue, pain, and
sleep disorders [9, 10]. By focusing on the links between
thoughts, emotions, and behaviours, CBT-based thera-
pies enable participants to identify and alter maladaptive
thought patterns [10]. This is achieved through activities
such as thought tracking, setting goals, and engaging in
behavioural experiments [10]. Notably, in the recent dec-
ades, ‘third-wave’ CBTs have gained momentum [11].
In this paradigm, the core principles of CBT are applied
with an emphasis on acceptance, mindfulness, and com-
passion [11, 12]. This approach is thought to be of greater
relevance to people living with chronic conditions, but
the evidence to support this assumption is still evolving
[12]. Moreover, these interventions have not often been
designed for PwWMS. Knowing that treatment adherence for
psychological therapies can be low in PWMS (especially
when hidden symptoms are present) [13, 14], it is impor-
tant to understand how PwMS engage with, experience,
and use CBTs.

Meta-aggregation is a systematic review method used
to synthesize the results from qualitative research studies
[15]. This approach is founded in pragmatism, with the
objective of producing practical recommendations (“lines
of action”) to inform policy, implementation, and practice
[16]. Through the aggregation and descriptive summary
of qualitative results, meta-aggregations can reveal and
identify insights not otherwise discernible from quantita-
tive data [15, 16]. To date, no prior qualitative systematic

review on the experiences of PWMS participating in CBTs
could be identified in the literature. Nevertheless, CBTs
continue to be recommended in clinical care guidelines
[17]. Therefore, it is necessary to understand how CBTs
are experienced by PwWMS, and to identify ways in which
these interventions could be tailored to make them more
accessible, acceptable, and potentially effective. The aim
of this review was to systematically review and synthesize
the existing qualitative research evidence on the experi-
ences of PWMS, clinicians, and other relevant knowledge
users with CBT interventions in the treatment of hidden
symptoms associated with MS.

Methods
Protocol and registration

The protocol for this review was prospectively registered in
2022 with PROSPERO, Centre for Reviews and Dissemina-
tion, University of York: CRD42022337034.

Information sources

A comprehensive search strategy combining MeSH terms
with keywords relating to CBT and MS was developed for
five major databases (Medline, Embase, PsycINFO, AMED,
and CINAHL). Additional searches involving grey literature,
reference lists of reviews and published trials, and the Sci-
ence Citation Index were also performed. The search was
performed on June 16, 2022, for articles published prior to
2022, in English, with human research participants. Dupli-
cates were removed as per the Bramer method [18]. The full
search strategy is detailed in Supplementary Appendix 1.

Selection process

All search results were imported into Covidence. Initial title
and abstract screenings were performed, with subsequent
full-text screening to determine eligibility. Discrepancies
were resolved through group discussion until a consensus
was reached.

Qualitative studies including mixed- or multi-methods
studies were included in this review. Any studies report-
ing on the experiences of PwWMS, caregivers, clinicians,
or other relevant knowledge users with CBT interventions
were included. Any form of CBT (e.g., bibliotherapy, in-
person, online, asynchronous, etc.) or intervention incorpo-
rating CBT was considered eligible. Interventions that did
not explicitly contain a cognitive — behavioural aspect (e.g.,
mindfulness-based stress reduction rather than mindfulness-
based cognitive therapy) were excluded.
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Data collection

A standardized data extraction template was used by two
reviewers (GF and SP). Variables pertaining to study design,
participant demographics, intervention characteristics, and
key results were collected for each included study. The
extracted data were then used to produce evidence tables.

Quality appraisal

A generic quality appraisal tool, the Critical Appraisal Skills
Programme (CASP) for Qualitative Studies, was used given
the broad inclusion criteria for this review. The CASP tool
is a 10-item questionnaire used to assess the risk of bias and
overall quality of a given study. Items can be rated as “Yes”,
“No”, or “Can’t tell”, and the tool concludes with a rating
on the overall value of the study. Two reviewers appraised
each included study using the CASP tool and discrepancies
were resolved through group discussion until a consensus
was reached. Studies with fewer than six “Yes” ratings were
considered to have insufficient methodological quality and
were excluded from this review.

Evidence synthesis and reporting

The meta-aggregation approach outlined in the Joanna
Briggs Institute (JBI) manual was used to inform the syn-
thesis of results [19]. After data extraction, a list of extracted
results was produced with the themes reported, or main
qualitative results, from each study. These results were then
grouped into preliminary categories with similar and over-
lapping findings. Finally, synthesized findings encompassing
overlapping categories were formed. This process was con-
ducted over multiple consensus-building meetings among
the study team. The 21-item Enhancing Transparency in
Reporting the synthesis of Qualitative research (ENTREQ)
framework and Preferred Reporting Items for Systematic
Reviews (PRISMA) guidelines were used to guide reporting
in this review [20, 21].

Certainty of evidence

As per the JBI manual, the credibility of individual results
presented in each study was rated as either “unequivocal”,
“credible”, or “not supported” by two reviewers. Discrepan-
cies were resolved through consensus-building study team
meetings. After compiling the results, an assessment of the
studies included in each synthesized finding was performed.
This entailed checking the number of unequivocal, credible,
or not supported results underlying each synthesized finding.

@ Springer

Results

After removing duplicates, the literature search process
returned a total of 1456 citations which were screened for
inclusion in this review. Through the title and abstract screen-
ing, 1285 articles were found to be ineligible, leaving 171 arti-
cles for full-text screening. In circumstances where full-text
articles could not be retrieved through institutional access priv-
ileges, attempts were made to contact corresponding authors.
The full-text screening process revealed 143 of the articles
to be ineligible; 88 used a non-qualitative study design, 32
did not study a CBT intervention, 10 were not published in
English, eight did not have a full-text article available, and five
did not meet quality threshold criteria. In total, 28 studies were
found to be eligible for inclusion in this review. The search and
screening process is outlined in Fig. 1.

Study characteristics

Full details on study characteristics and results are outlined in
Table 1. Out of the 28 studies included in this review, 21 used
mixed- or multi-methods and seven adopted a purely qualita-
tive design. Of the 21 mixed- or multi-methods studies, 12
involved randomized controlled trials (RCTs) [22-32], and
10 involved non-randomized studies (e.g., quasi-experiments)
[33—42]. In total, 12 studies were conducted in the UK [22,
24,27,29-32, 34, 37, 41-43], 10 studies in Europe [25, 26,
33, 35, 36, 39, 44-47], two in Oceania [23, 38], three in North
America [28, 40, 48], and one in the UK and Oceania [49].
The studies sampled both PWMS (26 studies) [22-35, 3746,
48, 49] and relevant knowledge users (three studies) [32, 36,
47]. Sample sizes in the included studies ranged from n=3 to
175, with a combined total of 653 people living with MS and
47 other knowledge users (psychologists, psychotherapists,
and physiotherapists) included in this review.

Quality appraisal

In total, six studies were rated “Yes” across all nine criteria
included in the CASP qualitative checklist [24, 34, 40, 41,
45, 48]. Eight studies were assigned “Yes” on eight criteria
[22,23, 25,28, 29,42, 47, 49], and another eight studies were
assigned “Yes” on seven criteria [30, 32, 35, 37, 39, 43, 44,
46]. Finally, six studies were assigned “Yes” on six criteria
[26, 27, 31, 33, 36, 38]. Full details of the quality appraisal
are reported in Table 2.

Methods used in included studies
A variety of data sources and analytic methods were used.

In total, 19 studies utilized thematic or framework analyses
(data-driven, inductive, and deductive) [22, 24, 26, 28-32,
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Fig.1 PRISMA flow diagram

detailing the systematic search 5 Records identified through Additional records identified
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- Not a CBT intervention (n=32)
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- No full-text available (n=8)
- Did not meet quality threshold (n=5)
Y
E Studies included in meta-
32 aggregation
£ (n=28)

34, 37-43, 45, 46, 49]. Eight studies used content analysis
(inductive and deductive) [23, 25, 27, 33, 35, 36, 44, 47],
while one study reported the use of interpretive description
[48]. These analyses used a range of data sources includ-
ing interviews, focus groups, participant journals, and
questionnaires.

Participant characteristics

All studies reported participant characteristics, but with
varied levels of detail. All studies reported age, with par-
ticipants ranging from 20 to 71 years of age [22-49]. Across
all studies [22-49], over half of participants were female,
with three studies containing an entirely female sample [28,
47, 48]. When ethnicity was reported, participants were
mainly or entirely White [22, 24, 28, 29, 32, 34, 37, 38, 40,
48, 49]. Most studies did not report socioeconomic status
or comorbidities. Out of the 11 studies that reported level
of education, most participants had at least high-school or
post-secondary education [25, 26, 30, 33, 35, 38, 40, 41, 44,
46]. Most studies that included PwMS included multiple
disease phenotypes including primary-progressive, second-
ary-progressive, relapsing—remitting, or unknown/other [22,
24-35, 37-44, 48]. Across these studies, relapsing—remit-
ting MS was often the most common phenotype. A range
of Expanded Disability Status Scale (EDSS) [50] scores
were also reported, ranging from 0 (“normal neurological

function”) to 8 (“restricted to bed or wheelchair”) [22, 25,
26, 28, 29, 31-33, 35, 37, 43-46].

CBT intervention characteristics

Interventions all drew upon the principles of CBT in some
capacity (i.e., incorporating psychoeducation, cogni-
tive — behavioural strategies, etc.) [22—49]. Among the stud-
ies exploring the use of an intervention for PwMS, a range of
traditional psychotherapy programs (e.g., CBT, acceptance
and commitment therapy [ACT], mindfulness-based cog-
nitive therapy [MBCT]) and composite interventions with
cognitive therapy components (e.g., CBT plus exercise, edu-
cation) were used [22—49]. These interventions were deliv-
ered both in-person [23-27, 32-36, 38-41, 44, 46, 47] and
remotely [28, 29, 31, 34, 37, 45], in group settings [22, 23,
25-27, 33, 35, 38-41, 45, 46] and one-on-one [24, 26, 28,
29, 32, 44]. In addition to these programs, self-administered
interventions involving the use of a mobile app, directed
readings, or video modules were also used [30, 31, 37, 42,
43, 49].

Qualitative synthesis
Qualitative results and credibility, as well as categories

and synthesized findings, are displayed in Fig. 2. Overall,
122 qualitative results were extracted and grouped into

@ Springer
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Table 2 Quality appraisal
of included studies (using

the Critical Appraisal Skills
Programme [CASP] checklist
for qualitative studies)

Ql Q2 Q3 Q4 Q5 Q6 Q7 Q8 Q9 Qlo
Babbage et al. (2019) [49] Y Y Y CT Y Y Y Y Y \%
Bogosian et al. (2016) [22] Y Y Y Y Y CT Y Y Y \%
Borghi et al. (2018) [33] Y Y Y CT CT CT Y Y Y \'%
Brown et al. (2016) [48] Y Y Y Y Y Y Y Y Y \
Dennison et al. (2013) [34] Y Y Y Y Y Y Y Y Y \'%
Dunne et al. (2021) [23] Y Y Y Y Y N Y Y Y \'
Fortune et al. (2020) [24] Y Y Y Y Y Y Y Y Y A\
Giovannetti et al. (2022) [36] Y Y CT Y CT CT Y Y Y \"
Giovannetti et al. (2022) [35] Y Y Y Y CT CT Y Y Y \"
Giovannetti et al. (2020) [25] Y Y Y Y Y CT Y Y Y \%
Gottberg et al. (2016) [44] Y Y Y CT Y CT Y Y Y \%
Harrison et al. (2017) [37] Y Y Y Y Y CT Y CT Y A"
Hersche et al. (2019) [26] Y Y Y Y Y N Y CT N NV
Hind et al. (2010) [43] Y Y Y Y CT Y Y Y \
Holmes et al. (2012) [27] Y Y Y CT Y Y Y N N NV
Learmonth et al. (2019) [28] Y Y Y CT Y Y Y Y Y A%
Meek et al. (2021) [29] Y Y Y CT Y Y Y Y \
Moss-Morris et al. (2012) [30] Y Y Y Y Y Y Y CT CT \
Pakenham et al. (2018) [38] Y Y Y CT N Y Y CT NV
Pottgen et al. (2015) [39] Y Y Y CT Y CT Y Y Y \'%
Proctor et al. (2018) [31] Y Y Y Y CT Y Y N N NV
Russell et al. (2022) [45] Y Y Y Y Y Y Y Y Y \"
Ryan et al. (2020) [32] Y Y Y Y Y Y Y CT N NV
Shevil and Finlayson (2009) [40] Y Y Y Y Y Y Y Y Y \"
Thomas et al. (2021) [42] Y Y Y Y Y CT Y Y Y \'%
Thomas et al. (2010) [41] Y Y Y Y Y Y Y Y Y \'%
Wendebourg et al. (2016) [46] Y Y Y Y Y CT Y Y CT \"
Ytterberg et al. (2017) [47] Y Y Y CT Y Y Y Y Y A%

CT can’t tell, N no, NV not valuable, V valuable, Y yes

Q1. Was there a clear statement of the aims of the research?

Q2. Is a qualitative methodology appropriate?

Q3. Was the research design appropriate to address the aims of the research?

Q4. Was the recruitment strategy appropriate to the aims of the research?

Q5. Was the data collected in a way which addressed the research issue?

Q6. Has the relationship between the researcher and participants been adequately considered?

Q7. Have ethical issues been taken into consideration?

Q8. Was the data analysis sufficiently rigorous?

Q0. Is there a clear statement of findings?

Q10. How valuable is the research?

nine categories. Categories with overlapping meanings
were subsequently combined into six synthesized find-
ings: (1) setting the context — life with MS, (2) reasons
for participating in CBTs, (3) acceptability of and experi-
ences with participating in CBTs, (4) perceived benefits of
CBTs, (5) perceived challenges with CBTs, and (6) sug-
gestions to improve CBTs for PwWMS. Notably, two studies
reported observations of low credibility (i.e., lack of sup-
porting participant quotes), rather than cohesive themes,
but were still included as they met the quality appraisal
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cut-off for inclusion [26, 27]. Key points from these stud-
ies were extracted in place of themes.

Setting the context—Ilife with MS

In terms of health status prior to engaging in CBTs, PWMS
commonly described hidden symptoms and the impact of
these symptoms on their daily lives [22, 41, 46]. Examples
included fatigue, stress, and cognitive changes, which inter-
fered with their ability to engage in day-to-day tasks.
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depression. But after a time I did feel that there was
something specific about this sort of tiredness — spe-
cific to MS, I believe, and I thought I could distinguish
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it, you might say. There was something I thought made
it different from the depression I'd treated before. (Psy-
chotherapist) [47]

Acceptability of and experiences with participating in CBTs

Participants in CBTs generally expressed acceptability and
satisfaction with the intervention as a whole [23, 26, 27, 32,
35, 35, 39]. Constructive feedback regarding specific aspects
of the CBT programming was also provided [25-29, 31,
35, 36, 39-41]. In terms of formatting, online delivery (i.e.,
live/synchronous) was accepted by participants and they
expressed that it helped to reduce barriers to participation
such as needing to travel to a physical location [23].

I really enjoyed the online version of mindfulness pro-
gram as I didn’t have to travel anywhere and could
stay in the comfort of my own home. (Person with
MS) [23]

In terms of length, participants in one study expressed
the desire for the program to extend beyond five weeks [40].

We really thought there should be more hours per
session and more sessions overall. The whole group
agreed. (Person with MS) [40]

The content in certain CBT interventions was also
accepted by participants [29, 40, 41]. When the material
was tailored towards PwWMS, participants stated that this
enabled them to meet their expectations of the intervention
(e.g., increased awareness and understanding of cognitive
processes).

I really didn’t know what cognitive meant other than
finishing a task and being able to set off some kind of
organized plan... I didn’t realize all the other ramifica-
tions about things like trouble finding words or losing
things ... I learned a lot. (Person with MS) [40]
Unhelpful thoughts, yes you suddenly realise that you
do feel guilty a lot more often than you thought you
did for sitting down doing nothing and then learning
to address that. I thought that was quite useful. (Person
with MS) [41]

Additional aspects of CBT including homework, work-
books, and interactions with facilitators were also discussed
and generally accepted by participants [25, 27, 29, 31,
39-41]. In some interventions, participants also received
support calls from CBT facilitators in which they could
discuss their personal challenges and experiences with the
program. Feedback on the duration of support calls with
the CBT facilitator was mixed, as some participants found
them to be tiring while others suggested a longer duration
[29, 31, 40].
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[The facilitator] made us feel that what was happening
to us wasn’t because we weren’t smart or educated or
knew how to get through life. (Person with MS) [40]
[Support calls] were just right; I just wish that they’d
been a bit longer. (Person with MS) [29]

Importantly, engaging in CBT was described as a
“demanding process” requiring meaningful interactions
with facilitators, acting with intention, and allowing for the
outcomes to emerge slowly over time [26, 44].

I think that if you really want to sort of go all the way
into it, really give yourself up to it and try to get some-
thing out of it, you’ve got to devote time- and that’s
terrifically demanding. (Person with MS) [44]

Perceived benefits of CBTs

Psychological benefits were the most commonly reported
positive outcome of CBTs by participants. These benefits
were predominantly related to changes in mindset (e.g., self-
acceptance, self-efficacy, and self-compassion) and resulting
improvements in coping skills [22, 25, 27, 29, 33, 34, 38,
39, 44, 45, 48, 49]. Additional psychosomatic benefits such
as reductions in pain and improvements in sleep were also
reported [23].

I really truly think that I've moved on, quite a few steps
towards acceptance of this god awful condition that
we’ve all got. I can say it quite cheerfully and be quite
pragmatic. (Person with MS) [22]

I think about my MS every single day and that will
never change but I don’t ... a thought will come into
my head now and I can get rid of it as quickly as it
came in. I’'m not in that same dreadful thought process
that I was before. (Person with MS) [34]

Social benefits were also cited, particularly among par-
ticipants in group-based CBT interventions [22, 24, 26, 27,
34, 49]. For instance, being able to meet other PWMS was
commonly described as validating. These interactions helped
to establish a sense of belonging and comradery which
increased participants’ motivation to complete the program.

It just makes me feel more of a human or something to
relate to somebody else who’s having the same kind of
experiences. (Person with MS) [49]

Commonality of the disease I found very helpful cause
you’re all going through and can share the same diffi-
culties and often the same fears (Person with MS) [22]

Participation in CBTs also led to deliberate changes
in lifestyle and behaviour [24-26, 30, 34, 35, 39, 41, 46].
Examples included applying coping skills to everyday situ-
ations, engaging in health-promoting behaviours such as
exercise, and making time for relaxation.
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... And you do have those thoughts come flooding over
but it’s learning what to do with those thoughts. (Per-
son with MS) [34]

I am no more on automatic pilot. I notice what is
around me (sounds, smell, etc.). When my resilience
is low I stop, relax and breathe. Once per week I cul-
tivate my social relationships with family and friends.
This program has changed my life, the way I connect
with people, with myself and the disease. (Person with
MS) [35]

These benefits were attributed to various aspects of the
program. For instance, interacting with other participants
helped to increase motivation to attend CBT sessions, ulti-
mately leading to social and psychological benefits [37, 45].
Meanwhile, the content of the CBT sessions encouraged
activities such as goal setting, which led to psychological
and lifestyle changes [25, 35, 37, 45, 48].

It was the motivation and seeing other people doing it
and saying well they can do it, so can I and that was
the encouragement to me then to stay doing it. (Person
with MS) [45]

When I am overwhelmed, I learned to stop, notice and
let thoughts and emotions go, I can recognise what
really matters to me and chose how to behave... (Per-
son with MS) [35]

Perceived challenges with CBTs

CBT interventions lacking therapist contact were identi-
fied as challenging by participants [43]. For instance, self-
administered interventions using an app or computer were
described by some participants as lacking in empathy, isolat-
ing, fatiguing, and inaccessible.

With MS you can become very isolated because of
your disability ... So, I think when working with
something that is a computer programme it makes you
feel even more like you’re not speaking to someone
face to face. You don’t get empathy there. (Person with
MS) [43]

Typing increases discomfort in my dominant right
hand. ... It’s a bit tiring sitting there clicking away ...
because I have a bit of a problem with my right hand
and I sort of, you know you’re click, click, click. (Per-
son with MS) [43]

Personal factors including physical symptoms and men-
tal health were also identified as potential barriers to par-
ticipation [23, 34, 41, 43, 49]. For example, symptoms of
fatigue and pain could make it difficult to concentrate or
fully engage in the intervention.

Pain is making it difficult to focus on mindfulness.
(Person with MS) [23]

... The reason I wouldn’t keep using the app is my
experience of fatigue while I was putting so much
thought into it was actually worse. (Person with MS)
[49]

Suggestions to improve CBTs for PwMS

Tailoring the content/material presented in CBT interven-
tions to be relevant for PwWMS was crucial for many partici-
pants [25, 40, 43]. For instance, ensuring that the activities
presented to participants are appropriate for their range of
motion. In a study using a pre-existing CBT intervention,
participants felt that the recommendations being made were
insensitive and potentially triggering to those with physical
disabilities [43].

... And it says things like ... playing baseball ... The
topics that it is suggesting are not MS-appropriate ...
It gave me a score and advised me that if I wanted to
be happier, I ought to do more ... and I'll be honest
with you, were I sort of, more depressed with my situ-
ation than I possible am, I think I would be suicidal by
the time I finished this. Because it has basically spent
a vast amount of time telling me that I’m not happy
because I can’t do what I might otherwise do. (Person
with MS) [43]

The importance of selecting an appropriate target audi-
ence for CBTs was discussed in a few studies [41, 49]. While
some participants indicated that CBTs could be helpful for
newly diagnosed patients (particularly the education com-
ponents), others noted that the right time to engage in CBTs
is dependent on the individual. The option of incorporat-
ing caregivers into CBT programming was also suggested
(i.e., to educate and allow for caregivers to discuss with one
another) [25, 40, 41].

Newly diagnosed should be aware about the symptoms
and understand why they’re tired ... but it’s got to be
timed at the right time for that individual person. (Per-
son with MS) [41]

Sometimes significant others need to hear what other
significant others are going through ... and then maybe
at the end the two groups come together as sort of a
wrap up. (Person with MS) [40]

Improving the accessibility of CBT interventions was
also important to participants [37, 42]. This included
making interventions freely available, offering online
options, and ensuring that the intervention was not overly
time-consuming.
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If the whole thing was on a website, you could just
click onto the website and choose what you wanted to
do. (Person with MS) [37]

You have to be careful not to over ... put so much
information that it becomes overwhelming, that you
can analyze down to so much and you think I can’t
think about this anymore and you put too much into it.
(Person with MS) [42]

Modifying the formatting of CBT interventions was also
discussed by some participants [25, 27, 28, 35, 38]. For
instance, allowing more time for participants to socialize/
connect with each other and spending less time on didactics.

Too many Powerpoint’s, just want to chat and didn’t
want a formal agenda. (Person with MS) [27]

Certainty of evidence

The eight individual results included in the first synthesized
finding (setting the context — life with MS) were rated as
“unequivocal” (i.e., unequivocally supported) [22, 29, 41,
46]. The six individual results included in the second syn-
thesized finding (reasons for participating in CBTs) were
also all rated as “unequivocal” [34, 46—48]. In the third
synthesized finding (acceptability of and experiences with
participating in CBTs), 25 of the results were rated as “une-
quivocal” [23, 25, 28, 29, 35, 36, 39-41, 44], one was rated
“credible” [35], and 19 were rated as “unsupported” [26, 27,
31, 32]. In the fourth synthesized finding (perceived ben-
efits of CBTs), 37 of the results were rated as “unequivo-
cal” [22-25, 29, 30, 33-37, 39, 41, 44-46, 48, 49], three as
“credible” [38], and five as “unsupported” [26, 27]. All six
results in the fifth synthesized finding (perceived challenges
with CBTs) were rated as “unequivocal” [22, 33, 40, 42, 48].
Lastly, 10 of the results included in the final synthesized
finding (suggestions to improve CBTs for PwWMS) were rated
as “unequivocal” [25, 28, 37, 40-43, 49], one as “credible”
[35], and one as “unsupported” [38]. Overall, most of the
synthesized findings were based upon unequivocal results
from the included studies. These ratings are illustrated in
Fig. 2.

Discussion
Summary of main findings

A total of 28 studies with qualitative results were synthe-
sized in this meta-aggregation. These studies explored the
experiences of both PwWMS and clinicians in using CBT-
based interventions to address hidden symptoms associated
with MS. Nine preliminary categories were formed using the
122 qualitative results from the included studies, eventually
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leading to six synthesized findings. These synthesized find-
ings were: (1) setting the context—life with MS, (2) reasons
for participating in CBTs, (3) acceptability of and experi-
ences with participating in CBTs, (4) perceived benefits of
CBTs, (5) perceived challenges with CBTs, and (6) sugges-
tions to improve CBTs for PwWMS.

Setting the context-life with MS

Recognition of the prevalence and impact of hidden symp-
toms among PwMS is critical in informing CBT program-
ming for PwMS. For many PwMS, hidden symptoms such
as fatigue and stress can be prominent and cause disruptions
to everyday life. Unfortunately, these experiences are often
misunderstood or invalidated by others. PwWMS described
both invalidating social experiences with members of their
social circle (e.g., spouses) as well as with healthcare pro-
viders. In this regard, feelings of guilt and invalidation were
recurrent in interviews with PwMS. Thus, CBT interven-
tions could provide an opportunity to address these chal-
lenges (e.g., through building communication strategies and
delivering the material with compassionate language).

Reasons for participating in CBTs

The notions of preparation and readiness among both PwMS
and CBT facilitators were recurring. Participants in CBT
interventions similarly expressed the desire to gain self-man-
agement skills and learn more about their MS symptom:s.
However, these expectations could not be met if participants
were not ready to participate or unpack their symptom expe-
riences. Moreover, psychotherapists administering CBTs
expressed the desire to have more specialized training on
MS in order to provide an intervention suitable for PwMS.
As goal consensus has been identified as a key mediator in
psychotherapy outcomes, this further highlights the impor-
tance of tailoring CBTs towards the needs and preferences
of PwMS [51]. Efforts to explore PWMS’ readiness for CBT,
as well as to prepare facilitators to deliver appropriate treat-
ment, are warranted.

Acceptability of and experiences with participating
in CBTs

PwMS that participated in a CBT intervention generally
expressed acceptability and satisfaction. This extended to
specific aspects of the intervention such as the content and
activities. PWMS noted the importance of repetition, practi-
cal steps in managing symptoms, workbooks, and group-
based interventions. Nevertheless, there was also variability
among participants. For instance, some participants pre-
ferred longer sessions while others did not. This heterogene-
ity among PwMS suggests that a “one size fits all” approach
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to CBT for PWMS may not be appropriate. Finally, CBT
was described as a “demanding process” requiring PwMS
to make deliberate efforts to engage with the program. The
implications for the design of future CBT programs include
some key content areas, the role of facilitators/providers, and
offering CBTs in an accessible format (i.e., online).

Perceived benefits of CBTs

A range of benefits from participating in CBTs were reported
by PwMS. Psychological benefits included changes in mind-
set, improved coping skills, and improvements in hidden
symptoms. Social benefits included meeting and connect-
ing with other PwWMS which many described as validating.
Changes in lifestyle and behaviour were also discussed (e.g.,
applying coping skills learned through CBT to everyday life,
exercising, and making time for relaxation). Interestingly,
participants of group-based CBTs reported that these set-
tings increased their motivation to participate and adhere
to the intervention, in addition to the social benefits. These
findings suggest multiple benefits across multiple domains
(e.g., enhanced well-being and acceptance of the condition,
reframing the experience, and reductions in hidden symp-
toms), which were enhanced in group-based settings. Social
desirability and social support (i.e., human connection) are
both well-recognized ‘common factors’ in mediating group
psychotherapy outcomes, and may be leveraged when
designing CBT interventions for PwMS [51, 52].

Perceived challenges with CBTs

Participants of self-administered CBT interventions (with
little to no therapist contact) commonly reported feelings of
isolation and fatigue. This further suggests the importance
of integrating social connection (i.e., with other PwMS and/
or facilitators) into the design of CBT interventions. More-
over, PwWMS also reported that their physical and mental
health symptoms also made it challenging to engage in CBTs
(particularly in the context of virtual CBT interventions).
Although online delivery may improve some aspects of
accessibility (e.g., by reducing travel barriers), it may also
pose a different set of challenges. As such, the efforts to
minimize physical demands such as typing and clicking or
offering alternative ways to engage with the material should
be explored to enhance accessibility and participation.

Suggestions to improve CBTs for PwMS

Numerous suggestions to improve CBTs for PwMS were
made. Tailoring the content in CBT interventions to be
relevant to MS was crucial, as inappropriate content (e.g.,
recommendations to engage in organized sports) was found
to be both insensitive and upsetting to some participants.

Identifying a target population was discussed, as some
interventions seemed to be more useful for newly diagnosed
PwMS, while others suggested that potential participants
should not engage unless they are prepared to fully commit.
Therefore, assessing the baseline health status and cognitive
profile of incoming participants may be useful to tailor their
CBT treatments accordingly. Finding ways to incorporate
caregivers into CBT interventions was suggested and may be
especially relevant in terms of addressing family dynamics/
invalidating social experiences described by PWMS. Improv-
ing the accessibility and format of CBTs (e.g., cost, online
delivery, length, allocation of time) were also discussed [52,
53].

Comparison with the existing literature

The results from this review overlap with much of the
existing literature on lived experience with MS and with
psychotherapy. In a recent study exploring the experiences
of psychological therapies for PwMS, many participants
described feelings of guilt and shame resulting from per-
sonal “choices” made before their diagnosis [54]. PWMS
included in this review also described feelings of guilt, but in
relation to interactions they had with loved ones and support
figures. This suggests that feelings of guilt can persist across
multiple points in time and arise from a variety of sources.
In another study exploring PWMS’ preferences for psycho-
logical support, participants reported the desire to increase
psychological well-being (37%) and learn self-management
skills to apply in future situations (23%) [55]. These findings
parallel the expectations and benefits of CBTs expressed by
PwMS included in this review.

The wide-ranging benefits of CBTs found in this review
have similarly been reported in a scoping review on third-
wave CBTs for PwMS [12]. For instance, improvements in
mental health symptoms, coping skills, and overall perspec-
tive were similarly described in their review [12]. Crucially,
the importance of social connection has been reported across
numerous studies and contexts. Studies on peer support pro-
grams for people living with chronic conditions [56] and MS
[52] have reported significant improvements in self-efficacy,
health-directed activity, and health status. Moreover, in a
meta-aggregation specifically on Mindfulness-based inter-
ventions for PWMS, feelings of belonging and camaraderie
were valued components of the intervention [57]. Finally,
in a study exploring motivation to participate in digital data
collection research, PwMS ranked the ability to exchange
experiences with other PWMS as one of the top motivators
[58]. Taken together, the importance of social connection
has been well-documented, and is applicable to group-based
CBTs as well.

The suggestions to improve CBTs for PwWMS overlap
with many of the key considerations included in a recent
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systematic review broadly covering psychological inter-
ventions for people with neurodegenerative diseases [59].
Similarities in recommendations included personalizing the
intervention to meet the needs and preferences of recipients,
improving the accessibility of interventions, and offering
support at key points in the disease trajectory [59]. As many
similarities in themes were discussed, this overlap speaks to
the overarching experiences of people with neurodegenera-
tive diseases and the need for comprehensive psychological
therapies in this population.

Strengths and limitations of included studies

A fairly large number of studies reporting qualitative expe-
riences engaging in CBTs were identified in the literature.
Many of these studies used qualitative data as a means to
support or explain the results from quantitative strands, as
well as to independently explore experiences. In addition,
studies including both PwMS and clinicians were identified
in the literature. The inclusion of diverse knowledge user
groups allows for a greater understanding of the implications
of CBTs in the context of MS. Finally, the studies included
in this review mostly had a low risk of bias and reported
unequivocal or credible results.

Although studies involving psychotherapists’ and physi-
otherapists’ perspectives were included in this review, only
three studies on these knowledge user groups were identified
in the literature [32, 36, 47]. Moreover, studies exploring the
perspectives of additional healthcare providers (e.g., primary
care providers, neurologists, physiatrists, nurse practitioners,
etc.) and caregivers of PWMS could not be found. As PwMS
often rely on healthcare providers and caregivers for support,
understanding how these knowledge user groups perceive
CBTs is crucial. Few studies included in this review reported
on participants’ ethnicities and levels of education. Among
those that did, participants were mainly reported to be White
and to have a higher level of education. This raises issues
around the generalizability of these findings to non-White
populations and those with fewer years of education. Finally,
most of the studies included in this review were conducted in
the UK or Europe, further raising issues of generalizability.

Strengths and limitations of this review

This review explored the experiences of PwMS and clinicians
with CBT interventions in the context of hidden symptoms
associated with MS. A rigorous methodology was applied,
with the literature search performed by an experienced health
sciences librarian; and the screening, appraisal, extraction,
and certainty of evidence assessments performed in duplicate
by two reviewers. By aggregating the results from 28 stud-
ies, the experiences of knowledge users before, during, and
after CBTs could be characterized. Moreover, the inclusion of
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other key stakeholder perspectives allowed for a more nuanced
exploration of CBTs in PwWMS. Nevertheless, this review is
constrained by the limitations of the studies included in this
review. Namely, the lack of feedback from caregivers and phy-
sicians, as well as generalizability to diverse populations. In
addition, studies not published in English or without a full-
text version could not be included, which may have limited
the results of this review. Moreover, additional studies of rel-
evance may not have been detected during the literature search
or could have been mistakenly excluded.

Suggested “lines of action”

1. Group setting: To encourage the benefits of peer sup-
port, CBT interventions for PwMS may best be con-
ducted in group settings. Dedicated time for participants
to interact with each other and discuss their current chal-
lenges is key.

2. Delivery: Allow for online delivery of (synchronous)
CBT interventions to reduce barriers to participation and
increase accessibility, while exploring ways to incor-
porate and retain human connection. Exploring ways
to minimize the burden and potential access barriers
associated with computer use (e.g., clicking and other
repetitive/straining motions) is warranted.

3. Training: Facilitators of CBTs should undergo spe-
cialized training to understand the nuances of MS
symptoms, the impact of these symptoms, and ways to
actively validate PWMS’ symptom experiences

4. Tailoring: The content included in CBT interventions
for PWMS should be tailored to ensure relevance and
usability (i.e., taking into account disability and other
MS-specific issues that can contradict the recommenda-
tions made in non-tailored CBTs)

5. Design: Co-design with PwWMS and further research on
participant preferences is warranted in order to optimize
specific aspects of CBTs such as timing, length, format,
setting, etc.

6. Stakeholder engagement: Involvement of caregivers
and other healthcare providers in future studies explor-
ing CBTs for PwWMS to further understand its percep-
tions, as well as to address invalidating experiences that
can result from these groups

7. Timing: Exploration of the ideal window for PwMS to
engage in CBTs in future studies (e.g., newly diagnosed
vs long-standing MS)

Conclusion

A range of benefits including psychological, social, and life-
style changes are reported by PwWMS following CBTs. Some
of these benefits appear to be generic, but CBT interventions
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specifically tailored for PwMS were often linked to more
positive benefits and fewer challenges. Thus, future CBT
interventions should be tailored to PwMS, delivered in
group settings to enable the benefits of peer support, offer
online options to increase accessibility, and be delivered by
a trained facilitator. Further exploration of the ideal CBT
design for PwMS, as well as engagement with caregivers
and clinicians treating MS, is warranted.
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