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Abstract

Background: Persistent somatic symptoms (PSS) frequently remain under-treated in
health care settings. Evidence-based services that lead affected individuals to early
guideline-based care are currently missing. This study aimed to identify the needs of
those affected concerning an internet-based guide. The second aim was to evaluate
public and patient involvement (PPI).

Methods: Participants experiencing PSS for at least 6 months were recruited via
hospitals, psychotherapeutic practices and self-help organizations. Qualitative data
were gathered via ideation discussions and prioritization tasks. Thematic analysis was
conducted to gain insight on the needs of people with lived experiences. PPl was
quantitatively evaluated with the Public and Patient Engagement Evaluation Tool.
Results: A total of 12 individuals participated (eight females, ages 22-66 years,
duration of symptoms 1-43 years). Participants wanted to feel more supported,
validated, in control and engaged with managing their health. Content-related
preferences included education, self-help, social support and contact addresses. The
majority of participants (>90%) experienced their involvement as worthwhile.
Conclusions: To the best of our knowledge, this is one of the first studies describing
PPI in intervention development for PSS. The involvement was perceived as a
valuable contribution to the development process.

Patient or Public Contribution: Adults with lived experiences were involved at the
level of collaboration through the establishment of a participatory research team
(PRT) and at the level of consultation through a workshop series, including one of the
coauthors. They were involved in developing and validating intervention material

and checking data interpretation.
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1 | INTRODUCTION

Persistent somatic symptoms (PSS) refer to subjectively distressing
somatic complaints that occur on most days for several months and
are frequently accompanied by excessive health-related concerns.!
Symptoms are heterogeneous and may include pain, cardiovascular,
gastroenterological and neurological symptoms. These symptoms
may or may not be associated with a known underlying medical
condition and are often referred to as medically unexplained
symptoms, functional disorders, somatoform disorders or somatic
symptom disorders. PSS are described as a perceptual dysregulation,
where processing and perception of bodily symptoms are disturbed.?
Regardless of their aetiology, PSS are highly prevalent in the general
population® and are associated with high mental and physical
burden,* as well as exorbitant health care utilization.> While there
is evidence-based treatment available,’ there is a large gap from first
onset to evidence-based treatment, resulting in a long-lasting disease
burden.” What is currently missing are services that guide affected
individuals to evidence-based care at an early stage.

Novel interventions are needed to address the existing treatment
gap for PSS. Newer guidance for intervention development empha-
sizes the importance of involving stakeholders in intervention
development.® Public and patient involvement (PPI) initiatives have
become of increasing importance within academic research. PPI is
defined as ‘research being carried out “with” or “by” members of the
public, rather than “to”, “about” or “for” them’.” While people with
lived experiences traditionally are viewed as passive research
subjects, PPl strives to treat those affected as active research
partners. Their involvement can range from contributing knowledge
to actively managing the research process.!® PPI can inform both
qualitative and quantitative research approaches. The anticipated
benefits of PPl include making research more relevant, accessible and
appropriate for the general public.'* Evidence indicates that PPI
strengthens the quality of research'? and benefits both researchers
and those affected.’®

While PPI does not generate data, it provides the opportunity to
take end users' perspective into account when developing novel
interventions, thus ensuring acceptability and feasability.® People
with lived experiences can contribute to the development process in
various ways, for example, by prioritizing relevant outcomes and
sharing their perspective on design and content. For instance, PPI
substantially changed the initial draft of a self-harming behaviour
intervention’* and contributed to the design of a feedback
intervention for depression.'® Those affected also defined key
outputs of a diabetes intervention® and features of an intervention
for increased physical activity in individuals with rheumatoid
arthritis.2” There are previous studies investigating the needs of
those affected by PSS concerning internet-based interventions,*® but
there is a lack of research on PPI during the development of novel
interventions. PPl may be especially valuable within research on PSS,
as those affected often are viewed as a burden in health care settings
and feel their needs are not taken seriously.19 PPI provides the
opportunity to incorporate views of people with lived experiences,

thus tailoring the intervention to a previously unreached target
population.

One particular challenge for the implementation of PPl is the lack
of consistent reporting and evaluation.?° Considering the need for
clearer guidance and understanding of how PPI contributes to mental
health interventions, transparent reporting according to available
frameworks is necessary. This will give further insights on how
people with lived experience can be involved in the development
process and how interventions can reach their target population.

To the best of our knowledge, this is the first study reporting PPI
in the early development of an internet-based guide for PSS
(GUIDE.PSS). The first aim of this paper is to identify the needs of
those affected by PSS for an internet-based guide. The second aim is
to evaluate the impact, process and outcome of PPI in intervention

development.

2 | METHODS

2.1 | Study design

In this study the development of a prototype of an internet-based
guide for PSS was informed by qualitative methods and principles of
PPl according to the guidelines provided by the National Institute for
Health and Care Research.” The prototype was developed between
November 2022 and June 2023. This study was approved by the
local Ethics committee at the Centre for Psychosocial Medicine
(#LPEK-0554). The project was registered at Open Science
Framework.?!

The development of the GUIDE.PSS prototype included litera-
ture review, workshops and a creative design phase involving a
graphic agency. The development was based on the Integrate and
Design phase of the IDEAS Framework,?? which describes the
process of gathering insights from users and relevant theories
followed by iteratively designing a prototype with user feedback.
We applied suitable behaviour change techniques for online patient
information material (e.g., Shaping Knowledge, Natural Conse-
quences and Identity?®) and followed recommendations made by

current guidelines for PSS.24

22 | PPI

People with lived experiences contributed to the designing and
managing phase of the research cycle.? This included developing a
shared research agenda, prioritizing research questions and con-
tributing to the development of the intervention material. PPl was
implemented at the level of consultation through a series of four 3-h
workshops moderated by the junior researchers and principal
investigator (see Section 2.2.1). In addition, PPl was realized at the
level of collaboration through the establishment of a participatory
research team (PRT) (see Section 2.2.2). Stakeholder discussions with
representatives from a health insurance, a digital health agency and a
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self-help organization contributed further. PPl was reported follow-
ing the GRIPP2 reporting checklist.?

2.2.1 | Workshops

Individuals affected by PSS were involved in the development process
by participating in four workshops (WS). Semi-structured guides were
defined beforehand, consisting of questions designed to explore
participants' needs and preferences. The WS followed an iterative
process, where each WS was adapted according to the previous ones.
All WS were characterized by a democratic approach, where
participants and researchers contributed equally. All ideas generated
during the WS were discussed within the group to reach consensus.
Participants' were involved in decision-making processes on content,
language and design of the prototype to ensure the acceptability and
relevance of the developed material. In addition, they prioritized
outcomes for the follow-up evaluation of the guide. Qualitative
methods were applied to gather data on the needs of those affected
for an internet-based guide. Participants shared their ideas in smaller
groups of 3-4 individuals, followed by group discussions with
everyone, to create an environment supporting equal participation.
The WS were recorded with participants' consent.

In WS | the aim was to gain insight on participants' perspectives
on barriers in current healthcare via brainstorming tasks. The second
aim was to collect content-related needs for an internet-based guide
in a mind map. Each task was followed by a moderated group
discussion. Following WS |, the research team drafted a preliminary
paper version of the prototype.

In WS Il preferences on design, features and language were
evaluated. Participants rated existing internet-based information
material on PS$?42% and the preliminary prototype. Participants'
preferences concerning the use of numbers, case studies, figurative
language, illustrations, bullet points, and the general tone were
evaluated with a sample text. Based on the collected data from WS |
and WS I, the graphic agency designed two dummy versions of the
prototype.

The aim of WS Ill was to obtain feedback on the design and
language of the dummy versions. The second aim was to define what
associations the guide should evoke via moderated group discussion.
Following WS 1ll, the PRT and research team took part in a WS held
by the graphic agency to discuss the colour scheme, fonts and
illustrations. Based on this and data from WS Ill, the graphic agency
adapted the design of the prototype. The research team drafted
sample content based on WS I, WS II, WS lll and existing patient
information material on PSS.??

In WS IV, the objective was to obtain final feedback on the
design of the prototype and language of the sample content.
Participants received sample content on prevalence, aetiology,
course of illness, treatment recommendations and self-help strategies
for PSS from the prototype as well as existing patient information
material. They were asked to rate and compare the samples. WS IV
was completed with a final feedback round.

2.2.2 | Participatory research team

Three individuals with PSS (two female, one male) were involved in
the PRT to enable an ongoing partnership between those affected
and researchers. The PRT participated in the WS series and in an
additional four meetings to collaborate on the intervention develop-
ment process. All PRT meetings were characterized by a democratic
approach with shared decision-making processes. They were
involved in discussions regarding the research agenda, workshop
guides, intervention material and the drafting of the manuscript.
Member checking was applied to ensure the researchers' interpreta-
tion of the data was accurate and incorporated in the prototype
according to their perspective.

In the first PRT meeting, PRT members were informed about
the aim and methods of the study. The principal investigator gave a
brief introduction on fundamentals of psychological research,
qualitative and quantitative research methods, phases of the
research cycle and intervention development. PRT members
received information on the principles of PPl and they made an
informed decision on what roles and assignments they wanted to
complete during the project.

In the second PRT meeting preliminary results from WS | were
discussed. Members of the PRT commented on conclusions they had
drawn from WS | concerning perceived barriers in healthcare and
content-related needs. The workshop guide for WS Il was discussed
to reach consensus on the aims of WS II.

In the third meeting, the PRT participated in a meeting held by
the external graphic agency. All members of the PRT were equally
involved in decisions made concerning the design of the GUIDE.PSS
prototype, including colour scheme, fonts and illustrations.

In the fourth PRT meeting, drafts of the prototype were
discussed. The PRT checked the qualitative data interpretation and
how the generated results were incorporated in the prototypes. A
first version of the manuscript was presented and PRT members
decided if they wanted to collaborate on the manuscript. The meeting
was concluded with a final feedback round.

2.3 | Sampling

The participants were purposefully selected to ensure a diverse
sample. People were eligible for participation if they reported
experiencing PSS for at least 6 months and were older than
18 years. Participants with an acute physical or mental illness
requiring immediate treatment, substance abuse disorders, or
psychotic illnesses were excluded. Eligible participants at the
University Medical Centre Hamburg Eppendorf, who had previously
agreed to be contacted for study purposes, were recruited via
telephone. Recruitment flyers were distributed in doctor's offices,
psychotherapeutic practices and self-help organizations for PSS. All
participants gave written consent to participate beforehand. The
participants received an expense allowance of 20 Euros/hour and

were reimbursed for travel costs.
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2.4 | Questionnaires
Participants filled out questionnaires on sociodemographic data. Data
on PSS, depression and anxiety severity were collected with the
Patient-Health Questionnaire 15,2’ the Somatic Symptom Disorder
B-Criteria Scale,?® the Stigma-9 Questionnaire?’ and the Patient
Health Questionnaire-4.%°

After each WS, all participants including the PRT evaluated form
and structure, characteristics of the moderators as well as the scope
and meaning of the WS with items used in a study by Briitt, Meister®!
on a 5-point Likert scale (O = strongly disagree to 4 = strongly agree). To
evaluate the quality of PPI, participants were asked to fill out the
German version of the Public and Patient Engagement Evaluation
Tool (PPEET).3? The PPEET evaluates PPl in research projects in the
domains Communication and Support, Views and Perspectives,
Engagement Initiative and Final Thoughts on a 5-point Likert scale
(0 =strongly disagree to 4 = strongly agree). We added four items to
evaluate the participants' perception of the collaboration between

participants and researchers.

2.5 | Data analyses

The workshops were recorded and transcribed verbatim. The
transcripts were anonymized according to German data protection
regulations. We used thematic analysis®2 to identify common themes.
The coding process was based on a deductive approach, to answer
previously defined research questions concerning barriers in health-
care, content-related needs and preferences on design and language.
Two independent researchers with a master's degree in psychology
(E. F., N. H.) performed the analysis to ensure trustworthiness and
rigour. The analysis was performed with MAXQDA.3* The generated
codes and themes were further discussed with S. K. (PhD Clinical
Psychology) to reach consensus. The PPEET3? and other items on PPI
were analyzed quantitatively regarding frequencies with SPSS 27°° to
evaluate the participation process.

3 | RESULTS

3.1 | Participants

Twelve individuals participated (WS I, n=11; WS Il, n = nine; WS I,
n=six; WS IV, n=10). Characteristics of the sample are shown in
Table 1. Five were married and seven were single. Seven held an A-
level degree and five had graduated from middle school. Four
participants were currently employed, four were retired, two were
unemployed, one was in university and one had applied for disability
pension. Four were on sick leave at the time of participation. All of
the participants reported suffering from PSS for at least 6 months.
The self-reported diagnosis associated with the persistence of
somatic symptoms were fibromyalgia, polyneuropathy, fatigue,

postexertional malaise, irritable bowel syndrome and chronic pain

TABLE 1 Description of study sample (N =12).
M (SD) Min-max N (%)
Age 48.3 (14.8) 20-66
Duration of PSS in months 134.9 (185.5) 10-516
Gender
Female 8 (66.7)
Male 4 (33.3)
Diverse 0 (0.0)
Somatic symptom severity 12.3 (4.8)
(PHQ-15)
Psychological symptom 28.3 (4.7)
severity (SSD-12)
Mental health-related stigma  13.7 (4.6)
beliefs (Stig-9)
Anxiety severity (PHQ-4) 3.1(2.3)
Depression severity (PHQ-4) 2.4 (1.9)

Abbreviations: M, mean; Max, maximum; Min, minimum; N, number of
respondents; PHQ-4, Patient Health Questionnaire 4; PHQ-15, Patient
Health Questionnaire 15; PSS, persistent somatic symptoms; SD, standard
deviation; SSD-12, Somatic Symptom Disorder B-Criteria Scale; Stig-9,
The Stigma-9 Questionnaire.

in different body parts. Eight participants felt they were well
informed about PSS. Some had prior experience as research
participants, but none of them had engaged in PPI initiatives.
Participants reported gaining knowledge, helping others, interest in
research and compensation as reasons for their participation. Two

participants dropped out after WS | due to time constraints.

3.2 | Thematic analysis

Thematic analysis was conducted to investigate three concepts: (a)
perceived barriers in healthcare, (b) participants' needs for GUIDE.PSS
and (c) practical implications for GUIDE.PSS. Practical implications

included content, language and design of the internet-based guide.

3.2.1 | Perceived barriers in healthcare
Participants reported organizational, practitioner-related and patient-
related barriers to seeking treatment for PSS. Barriers related to
organizational structures included short duration of consultations and
shortage of specialized practitioners.

Practitioner-related barriers included lack of knowledge of PSS:
‘In my case, | got all the information myself, or had to get it myself.
Because unfortunately no doctor and no institution knew about this
disease’ (P3). They also reported that practitioners failed to
adequately introduce them to the psychological components of their

symptoms and did not feel validated during consultations.
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The majority of participants reported stigma beliefs as a
patient-related barrier. They feared that psychological symptom
attribution undermined the legitimacy of their physical experiences.
One participant opposed the idea of a psychosomatic disease
model: (...) my family doctor classified me as a purely psychological
case. But I'm very resilient and I'm not a suffering person and
somehow | had to make it clear to him that | really don't have
anything mentally. That this is physical. (...) That was pretty difficult’
(P3). Some participants also held stigma beliefs concerning psycho-
therapy. Many reported resignations after experiencing years of
severe symptoms and rather relying on short-term management
strategies, for example, pain medication. Finally, their own lack of
knowledge was reported as a contributing factor to long duration of
untreated illness. Participants believed that seeking information at
an early stage could have helped them in managing their symptoms

with more foresight.

3.2.2 | Needs for GUIDE.PSS

Participants had unmet needs that GUIDE.PSS should address.
Participants most frequently expressed their need to feel more
supported and less isolated. Participants also wanted to feel more
validated in their concerns: (...) if you don't feel taken seriously, then
you go somewhere where you might be taken seriously’ (P1). Several
participants wished that the guide would contribute to destigmatizing

PSS and the utilization of mental healthcare. Feeling more in control

of their illness and more engaged with managing their symptoms
were also identified as relevant objectives.

Participants agreed that first impressions and attributes were
important to successfully address those needs and engage users.
They suggested the guide should make a trustworthy and credible
impression. GUIDE.PSS should also be understandable, interesting
and arouse curiosity. Several participants stated that the guide
needed to be empathic, encouraging and should convey a positive

attitude, without raising false hopes.

3.2.3 | Practical implications for GUIDE.PSS

Content

Resulting from participants' needs, four main content categories for
GUIDE.PSS were identified: education, self-help, social support and
contact addresses. The contents and respective subcontents are

shown in Figure 1.

Language

Participants stressed that the language should be motivating and
engaging. Participants preferred short and concise paragraphs, figurative
language and case studies. Most of them preferred a casual tone, while
others felt a formal tone was more appropriate and validating. Several
participants believed that biomedical terms were not appropriate for the
target audience. Others, however, felt that medical terms lead to more

credibility, depending on the respective content. There was no clear

Self-Help Login area

* Non-medical help Diary
¢ Self-help strategies
o Relaxation techniques
o Stress management

o Acceptance

Contact Adresses
* Social services
¢ Medical specialists
* Self-help groups
¢ Health insurances

* Trustworthy websites Search platform

Link to registers

Chat with practitioners
Tips for communication with Education
e .
practiionets * Clinical picture
FAQs® + Treatment and
healthcare system
* Media literacy
Social Support
* Contact with peers
* Communication about
Chat with peers PSS in public
Forum
“Matching” platform¢
Guide for relatives

FIGURE 1 GUIDE.PSS content categories. The figure shows the four main content categories, respective subcontents and features. *Option
to download a document with tips on how to communicate symptoms and prepare for consultations. Brief answers to frequently asked
questions concerning PSS for a first overview. “Mobile application where users can match with other profiles that meet their search criteria.

FAQs, frequently asked questions; PSS, persistent somatic symptom.
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consensus on being addressed directly, however, there were concerns
that a neutral wording could reduce user engagement: {...) “Here is more
information” instead of “Here you can find more information”. That's
neutral, nobody feels bad about it’ (P6). ...) but it may come across as
very impersonal’ (P5). Many felt the terms ‘psychotherapy’ or ‘psycho-
somatic’ were too labelling. They preferred nonstigmatizing terminology,

for example, ‘expert’ instead of ‘psychotherapist’.

Design

Most participants were in favour of an interactive guide. Some
participants suggested including a login function to store personal
data. They preferred a simple and intuitive design and emphasized
the importance of visual material. Some felt that illustrations should
reflect the theme of the respective content. Most participants
preferred a colourful design. They agreed that the design should
indicate PPI during intervention development as a sign of quality and
trustworthiness, for example, via emblems: ‘What | would really make
bigger is the “Developed by those affected...” emblem. (...) Because
that is a mark of quality. It kind of builds trust’ (P15). The preferences

concerning other design elements varied between participants.

3.3 | PPI evaluation

A total of 35 ratings from all WS were analyzed to evaluate PPl (WS |,
n=10, WS II, n=nine; WS Ill, n=six; WS IV, n=10). Data from one
guestionnaire was missing. Participants agreed or strongly agreed that
the workshop was clearly structured (97.1%), learning goals were
clearly defined (94.3%), and moderators were open to criticism
(100.0%), encouraged to critically deal with the topics covered
(94.3%) and were helpful (100.0%). The majority of participants agreed
or strongly agreed that the meaning of topics covered was high
(77.1%), the content of the workshops was covered in an adequate
pace (88.6%) and the amount of topics were adequate (91.4%).

The PPEET results showed that the majority of participants agreed
or strongly agreed that the workshops achieved their objectives in the
domains Communication and Support (294.3%), Views and Perspec-
tives (291.4%), Engagement Initiative (294.3%) and Cooperation
(288.5%). Several participants stated they appreciated the friendly
and accepting atmosphere between participants and researchers. They
felt that they were taken seriously and could share their experiences
openly. Some participants suggested that more time and a smaller
group size would have been beneficial. One participant reported that
iliness-related concentration problems negatively affected their ability
to engage in the workshop. One participant noted that the different
opinions and variations in symptoms were challenging during group

tasks. PPEET results are shown in Figure 2.

3.4 | Impacts of PPI

PPl had a substantial impact on the drafting of the GUIDE.PSS
prototype. People with lived experiences made the final decision on

the content of GUIDE.PSS. While not all suggestions could be
incorporated due to lack of evidence, all content categories
were suggested and approved by participants (see Figure 1). While
the researchers had not defined any content in advance, the
perspective of those affected changed their initial assumptions,
especially the importance of social support and the expressed need
to feel less alone with one's illness may have been underestimated by
researchers.

Changes in the design of the first page of the prototype are
shown in Figure 3. In the initial draft, the landing page included the
option to select whether you are affected yourself or whether you
are a relative seeking information on PSS. Since participants felt the
main focus should be on those affected, the guide for relatives was
designed to be less present. Participants also preferred to include a
short overview of what to expect from the guide as bullet points, to
arouse curiosity and manage expectations. They wanted to include a
button with more detailed information on the aim and target
population of GUIDE.PSS to avoid confusion. While pictures
conveying negative emotions were perceived as demotivating,
positive emotions on the other hand made them feel invalidated in
their concerns. Hence, they agreed on a fairly neutral picture,
depicting a consultation with a practitioner. The level of contribution
through PPI ranged from major decisions, for example, content, to
detailed decisions about design, for example, the GUIDE.PSS logo.
The results described in Section 3.2 were also incorporated into the
prototype.

4 | DISCUSSION

The aim was to identify needs of those affected by PSS for an
internet-based guide and to evaluate impact, process and outcome of
PPI. PPI contributed to the identification of main features, content
and design of the internet-based guide. People with lived experiences
wanted to feel more supported, validated, in control and engaged
with managing their health. Content-related needs included educa-
tion, self-help, social support and contact addresses. They preferred a
tailored and interactive guide with visual material. Preferences on the
tone and terminology varied. The development followed an iterative
process with feedback loops to incorporate those needs. Some
preferences, including nonevidence-based alternative treatments,
were not incorporated into the prototype to ensure evidence-based
content. Participants expressed overall satisfaction with the PPI
process, highlighting the perceived value of involving stakeholders in
research projects.

The content-related needs are consistent with previous studies
on PSS.*® Participants reported feelings of isolation and stigma
beliefs as major challenges, which is in line with previous
reports.®173¢ There was an expressed need for validation of their
iliness. This was partially in conflict with the concept of a
biopsychosocial disease model, as those affected often assume that
their symptoms stem from severe physical illnesses.?” During the
workshops, the construct of ‘PSS’ was perceived as understandable
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Scale 1: Communication and Support
Clear understanding of the workshop
Supports available

Scale 2: Views and Perspectives
Able to express views freely

|
|
Enough information to contribute |
e s |
|

Feeling that my views were heard
Wide range of views
Participants represent a broad range of views

Scale 3: Engagement Initiative
Objectives achieved
Input will be used by research group

Scale 4: Cooperation

Feeling like an important part of the researchteam
Feeling that | made a relevant contribution
Believing that cooperation is useful

Scale 5: Final Thoughts
Better informed about health care for PSS
Better informed about opportunities of PPI

Overall satisfactior | —
Workshop is a good use of my tirm e 1 EE———

o

10 20

M Strongly agree Agree

- ]

S S |

EEe—————

s |
Input will make a difference to research grou |

e |

[E———————————

>

1

————————

M Neither agree nor disagree

WILEY—L 7%

30 40 50 60 70 80 90 100

W Disagree M Strongly Disagree

FIGURE 2 Public and patient engagement evaluation tool. Frequencies are shown in %. Summarized evaluation of all workshops (WS |,

n=10; WS I, n=9; WS lll, n=6; WS IV, n=10).

and acceptable. Participants expressed the desire to feel more in
control of their illness, which aligns with other reports on the
challenges of dealing with uncertainty in PSS.*® Participants also
highlighted the importance of feeling more engaged in managing their
symptoms, as many had experienced resignation as a maladaptive
coping strategy. Similar to other reports, lack of knowledge was also
identified as a contributing factor to prolonged search for
treatment.®

Results regarding design and language mostly align with
recommendations for patient education material, including short
and concise paragraphs and visual material that reinforces the
content.>” Consistent with other studies, participants favoured a
tailored programme,® as it enhances personal relevance. Participants
preferred the option to contact practitioners directly, indicating the
significance of guidance from general practitioners when using
internet-based programmes.*® Interestingly, some participants fa-
voured medical terminology, which is in conflict with previous studies
on the general population.®’ Medical terminology may reassure those
affected by PSS in assumptions of a biomedical disease model.'? This
was also reflected in the perception of the terms ‘psychosomatic’ and
‘psychotherapy’ as too labelling, which is consistent with other
studies on PSS.*° This emphasizes the importance of cautiously
introducing psychological components, while validating the physical

experience of those affected. There was a lack of consensus on using
a casual or formal tone. A study on users' preferences for an
intervention to promote oral human immunodeficiency virus self-
testing found that preferences on tone depended on the respective
content.** Hence, it may be useful to address motivational topics in a
more casual way than educational topics. Further research is
necessary to clarify preferences on language.

Our findings demonstrate the benefits of involving people with
lived experiences in the early development of novel interventions.
The involvement played a crucial role in identifying and incorporating
needs of those affected by PSS in the design of an internet-based
guide. Participants identified the content of the novel intervention
and assessed the appropriateness of language and design. They
prioritized outcomes for the follow-up study, which is important to
ensure relevance for the target population.*? Overall, PPl had a
significant impact on the development of the intervention and
broadened the perspective of the research team. Participants
reported a comfortable group atmosphere, were able to express
their views freely and felt that they were heard. This may be
especially valuable within a group of affected individuals that often
experience stigma and lack of validation within the health care
system.?® There was strong agreement that their input made a
difference to the research group, which is an important factor of
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Development of GUIDE.PSS

=

GUIDE.PSS offers sup

Content from WS |

in dealing with your

persist symptoms.
Please select whether jourself orif you are. ,
| am affected myself.

Input on Features,
Design and Language
from WS I

guide.pss

Your personal guide for
persistent somatic symptoms

Feedback on Design
and Language
from WS 1l

Persistent somatic
symptoms?
GUIDE.PSS supports you.

15 GUIDEPSS right formo? >

-

FIGURE 3 Stages of GUIDE.PSS prototype from WS Il to WS IV.
The figure shows the stages of the prototype from WS Il to WS IV.
The development process followed an iterative process with constant
feedback loops. The prototypes were translated from German.

success of PPI,*® as participants often feel PPl is merely tokenistic.*®
Participants were convinced that PPI contributed to the quality and
trustworthiness of the internet-based guide. This outcome supports
the notion that PPI, when properly implemented, can contribute to
the development of interventions tailored to the specific needs of the
target population.

While PPl made a valuable contribution to the development
process, there were some complications. Researchers had predeter-
mined that the guide should refer to recommendations from the
current German guidelines to ensure evidence-based content.?* This
decision sometimes conflicted with participants' perspectives, espe-
cially concerning alternative treatment options. This highlights the
challenge of balancing evidence-based practices with the perspec-
tives of people with lived experiences. Additionally, limitations in
funding and time constrained the implementation of certain features
of the guide participants' favoured, highlighting the importance of
considering resource limitations when planning PPl initiatives.
Another complication was the lack of consensus among participants
on certain topics. Dominant individuals may have overpowered other
participants, which is a common challenge in group settings.® This
emphasizes the importance of facilitating balanced participation and
ensuring that all voices are heard equally. Misaligned expectations
were another complication encountered. Although researchers
clarified the projects' scope and aim in the initial workshop, some
participants expected access to the final guide, which could not be
fulfilled due to practical constraints. Continuously aligning expecta-
tions with participants may help manage their expectations and
prevent misunderstandings. A few participants did not feel better
informed about opportunities for PPl after the project. Providing
clear and accessible information to the general public about how
individuals can get involved in research can help increase participa-

tion and engagement in PPl initiatives in the future.

4.1 | Limitations

First, due to the qualitative nature of the study, the results cannot be
generalized, but the sample characteristics were diverse concerning
lived experiences with PSS. Second, as there are age-related effects
on the use of internet-based mental health interventions,® it is
possible that a younger sample would have offered a different
perspective. However, due to the recruitment strategy, participants
still represented a broad range of symptoms and experiences with
PSS, and there were two participants under the age of 30. Third, it is
possible that not all topics were equally addressed due to limitations
in time. Fourth, participation varied over the course of the study and
two participants dropped out after the first workshop due to time
constraints. Finally, it should be noted that this paper reports the
development stage of a novel intervention that needs to be further

evaluated in follow-up studies.

5 | CONCLUSION

To the best of our knowledge, this is one of the first studies
informing the development of an internet-based guide for PSS with
principles of PPl. Those affected by PSS are often viewed as a
burden in health care settings,'® but our study demonstrates the
value of involving them as active research partners. PPI in early
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intervention development allowed to acknowledge their unheard
perspective and ensure the development of an intervention that is
tailored to the needs of the target population. The benefits of PPI
should receive more attention within PSS research to successfully
address a previously unreached target population. Nevertheless,
more evidence-based studies are needed to assess the effects of
PPI on intervention development. The involvement of people with
lived experiences revealed several needs of those affected by PSS
that should be taken into consideration when designing interven-
tions to address the existing treatment gap. The identified needs
and preferences concerning content, language and design were
incorporated in the development of the GUIDE.PSS prototype. The
extent to which GUIDE.PSS is rated as helpful, informative and
supportive and will be evaluated in a follow-up study using

experimental designs.

AUTHOR CONTRIBUTIONS

Sebastian Kohlmann designed the study. Bernd Léwe and Sebastian
Kohlmann obtained the funding. Eirin Frankl, Nele Hasenbank and
Sebastian Kohlmann collected the data and performed data
analysis. Karin Dumrése was involved in data collection and
checked data interpretation. Eirin Frankl wrote the original draft
of the manuscript under the supervision of Sebastian Kohlmann. All
authors critically reviewed and edited the original draft. All authors
had full access to all the data in the study, approved the final
version of the manuscript, and took responsibility for its submission

for publication.

ACKNOWLEDGEMENTS

The authors want to thank Anja von Arnim for the ongoing
partnership and her valuable contribution to the research project.
The authors also would like to thank the participants for their
collaboration. This work was funded by the German Ministry of
Education and Science (Grant No. 01KG2211). We acknowledge
financial support from the Open Access Publication Fund of UKE -
Universitatsklinikum Hamburg-Eppendorf and DFG - German
Research Foundation. Open Access funding enabled and organized
by Projekt DEAL.

CONFLICT OF INTEREST STATEMENT
The authors declare no conflict of interest.

DATA AVAILABILITY STATEMENT
The data that support the findings of this study are available from the

corresponding author upon reasonable request.

ETHICS STATEMENT
This study was approved by the local Ethics committee at the Centre
for Psychosocial Medicine (# LPEK-0554). Written informed consent

for the publication of their details was obtained from the patients.

ORCID

Eirin Frénkl https://orcid.org/0009-0003-9786-3004

REFERENCES

1. Lowe B, Andresen V, Van den Bergh O, et al. Persistent somatic
symptoms ACROSS diseases—from risk factors to modification:
scientific framework and overarching protocol of the inter-
disciplinary SOMACROSS research unit (RU 5211). BMJ Open.
2022;12(1):e057596. doi:10.1136/bmjopen-2021-057596

2. Henningsen P, Gindel H, Kop WJ, et al. Persistent physical
symptoms as perceptual dysregulation: a neuropsychobehavioral
model and its clinical implications. Psychosom Med. 2018;80(5):
422-431. doi:10.1097/PSY.0000000000000588

3. Wittchen HU, Jacobi F, Rehm J, et al. The size and burden of mental
disorders and other disorders of the brain in Europe 2010. Eur
Neuropsychopharmacol. 2011;21(9):655-679. doi:10.1016/j.
euroneuro.2011.07.018

4. Loéwe B, Levenson J, Depping M, et al. Somatic symptom disorder: a
scoping review on the empirical evidence of a new diagnosis.
Psychol Med. 2022;52(4):632-648. doi:10.1017/s00332917210
04177

5. Zonneveld LN, Sprangers MA, Kooiman CG, van't Spijker A,
Busschbach JJ. Patients with unexplained physical symptoms have
poorer quality of life and higher costs than other patient groups: a
cross-sectional study on burden. BMC Health Serv Res.
2013;13(1):520. doi:10.1186/1472-6963-13-520

6. Henningsen P. Management of somatic symptom disorder. Dialogues
Clin Neurosci. 2018;20(1):23-31. doi:10.31887/DCNS.2018.20.1/
phenningsen

7. Herzog A, Shedden-Mora MC, Jordan P, Léwe B. Duration of
untreated illness in patients with somatoform disorders. J Psychosom
Res. 2018;107:1-6. doi:10.1016/j.jpsychores.2018.01.011

8. O'Cathain A, Croot L, Duncan E, et al. Guidance on how to develop
complex interventions to improve health and healthcare. BMJ Open.
2019;9(8):e029954. doi:10.1136/bmjopen-2019-029954

9. National Institute for Health and Care Research. Briefing notes for
researchers—public involvement in NHS, health and social care
research. 2021. Accessed July 20, 2023. https://www.nihr.ac.uk/
documents/briefing-notes-for-researchers-public-involvement-in-
nhs-health-and-social-care-research/2737 1#consultation

10. Biddle MSY, Gibson A, Evans D. Attitudes and approaches to patient
and public involvement across Europe: a systematic review. Health
Soc Care Community. 2021;29:18-27. doi:10.1111/hsc.13111

11. Bagley HJ, Short H, Harman NL, et al. A patient and public
involvement (PPI) toolkit for meaningful and flexible involvement in
clinical trials—a work in progress. Res Involv Engagem. 2016;2:15.
doi:10.1186/s40900-016-0029-8

12. Ennis L, Wykes T. Impact of patient involvement in mental health
research: longitudinal study. Br J Psychiatry. 2013;203(5):381-386.
doi:10.1192/bjp.bp.112.119818

13. Brett J, Staniszewska S, Mockford C, et al. Mapping the impact of
patient and public involvement on health and social care research: a
systematic review. Health Expect. 2014;17(5):637-650. doi:10.1111/
j.1369-7625.2012.00795.x

14. Owens C, Farrand P, Darvill R, Emmens T, Hewis E, Aitken P.
Involving service users in intervention design: a participatory
approach to developing a text-messaging intervention to reduce
repetition of self-harm. Health Expect. 2011;14(3):285-295. doi:10.
1111/j.1369-7625.2010.00623.x

15. Seeralan T, Harter M, Koschnitzke C, et al. Patient involvement in
developing a patient-targeted feedback intervention after depres-
sion screening in primary care within the randomized controlled trial
GET. FEEDBACK. Health Expect. 2021;24:95-112. doi:10.1111/hex.
13039

16. Lowes L, Robling MR, Bennert K, et al. Involving lay and professional
stakeholders in the development of a research intervention for the
DEPICTED study. Health Expect. 2011;14(3):250-260. doi:10.1111/j.
1369-7625.2010.00625.x


https://orcid.org/0009-0003-9786-3004
https://doi.org/10.1136/bmjopen-2021-057596
https://doi.org/10.1097/PSY.0000000000000588
https://doi.org/10.1016/j.euroneuro.2011.07.018
https://doi.org/10.1016/j.euroneuro.2011.07.018
https://doi.org/10.1017/s0033291721004177
https://doi.org/10.1017/s0033291721004177
https://doi.org/10.1186/1472-6963-13-520
https://doi.org/10.31887/DCNS.2018.20.1/phenningsen
https://doi.org/10.31887/DCNS.2018.20.1/phenningsen
https://doi.org/10.1016/j.jpsychores.2018.01.011
https://doi.org/10.1136/bmjopen-2019-029954
https://www.nihr.ac.uk/documents/briefing-notes-for-researchers-public-involvement-in-nhs-health-and-social-care-research/27371#consultation
https://www.nihr.ac.uk/documents/briefing-notes-for-researchers-public-involvement-in-nhs-health-and-social-care-research/27371#consultation
https://www.nihr.ac.uk/documents/briefing-notes-for-researchers-public-involvement-in-nhs-health-and-social-care-research/27371#consultation
https://doi.org/10.1111/hsc.13111
https://doi.org/10.1186/s40900-016-0029-8
https://doi.org/10.1192/bjp.bp.112.119818
https://doi.org/10.1111/j.1369-7625.2012.00795.x
https://doi.org/10.1111/j.1369-7625.2012.00795.x
https://doi.org/10.1111/j.1369-7625.2010.00623.x
https://doi.org/10.1111/j.1369-7625.2010.00623.x
https://doi.org/10.1111/hex.13039
https://doi.org/10.1111/hex.13039
https://doi.org/10.1111/j.1369-7625.2010.00625.x
https://doi.org/10.1111/j.1369-7625.2010.00625.x

10 of 10
w10 | \WiILEY

17.

18.

19.
20.

21.

22.

23.

24,
25.

26.

27.

28.
29.

30.

FRANKL ET AL.

Revenis A, Opava CH, Martin C, Demmelmaier |, Keller C, Asenlsf P.
Development of a web-based and mobile app to support physical
activity in individuals with rheumatoid arthritis: results from the
second step of a co-design process. JMIR Res Protoc. 2015;4(1).e22.
doi:10.2196/resprot.3795

Rask MT, Jakobsen PR, Clemensen J, Rosendal M, Frostholm L.
Development of an eHealth programme for self-management of
persistent physical symptoms: a qualitative study on user needs in
general practice. BMC Fam Pract. 2021;22(1):33. doi:10.1186/
s12875-021-01380-5

Murray AM, Toussaint A, Althaus A, Léwe B. The challenge of
diagnosing non-specific, functional, and somatoform disorders: a
systematic review of barriers to diagnosis in primary care. J Psychosom
Res. 2016;80:1-10. doi:10.1016/j.jpsychores.2015.11.002

Mockford C, Staniszewska S, Griffiths F, Herron-Marx S. The impact
of patient and public involvement on UK NHS health care: a
systematic review. Int J Qual Health Care. 2012;24(1):28-38. doi:10.
1093/intghc/mzr066

Open Science Framework. Development and evaluation of a
transdiagnostic, tailored and internet-based guide for individuals
with persistent somatic symptoms (GUIDE-PSS): a proof-of-concept
study using a patient participatory research approach. 2022.
Accessed August 2, 2023. https://osf.io/xpevc/

Mummah SA, Robinson TN, King AC, Gardner CD, Sutton S. IDEAS
(Integrate, Design, Assess, and Share): a framework and toolkit of
strategies for the development of more effective digital interven-
tions to change health behavior. J Med Internet Res. 2016;18(12):
e317. doi:10.2196/jmir.5927

Michie S, Atkins L, West R. The Behaviour Change Wheel. A Guide to
Designing Interventions. Silverback Publishing; 2014:1003-1010.
AWMF online. S3-Leitlinie Funktionelle Kérperbeschwerden. Deut-
sches Kollegium Fir Psychosomatische Medizin. 2018. Accessed
July 1, 2023. https://register.awmf.org/de/leitlinien/detail/051-001
Staniszewska S, Brett J, Simera |, et al. GRIPP2 reporting checklists:
tools to improve reporting of patient and public involvement in
research. BMJ. 2017;358:3453. doi:10.1136/bmj.j3453

Institut fir Qualitdt und Wirtschaftlichkeit im Gesundheitswesen.
Unklare koérperliche Beschwerden (funktionelle Kérperbeschwer-
den). 2022. Accessed July 1, 2023. https://www.gesundheits
information.de/unklare-koerperliche-beschwerden-funktionelle-
koerperbeschwerden.html

Kroenke K, Spitzer RL, Williams JBW. The PHQ-15: validity of a new
measure for evaluating the severity of somatic symptoms.
Psychosom Med. 2002;64(2):258-266. doi:10.1097/00006842-
200203000-00008

Toussaint A, Murray AM, Voigt K, et al. Development and validation of
the somatic symptom disorder-B criteria scale (SSD-12). Psychosom Med.
2016;78(1):5-12. doi:10.1097/psy.0000000000000240

Gierk B, Lowe B, Murray AM, Kohlmann S. Assessment of perceived
mental health-related stigma: the Stigma-9 Questionnaire (STIG-9).
Psychiatry Res. 2018;270:822-830. doi:10.1016/j.psychres.2018.10.026
Léwe B, Wahl I, Rose M, et al. A 4-item measure of depression and
anxiety: validation and standardization of the Patient Health
Questionnaire-4 (PHQ-4) in the general population. J Affect Disord.
2010;122(1-2):86-95. doi:10.1016/j.jad.2009.06.019

31.

32.

33.

34.
35.
36.

37.

38.

39.

40.

41.

42.

43.

Briitt AL, Meister R, Bernges T, et al. Patient involvement in a
systematic review: development and pilot evaluation of a patient
workshop. Z Evid Fortbild Qual Gesundhwes. 2017;127-128:56-61.
doi:10.1016/j.zefq.2017.07.005

Abelson J, Li K, Wilson G, Shields K, Schneider C, Boesveld S.
Supporting quality public and patient engagement in health system
organizations: development and usability testing of the Public and
Patient Engagement Evaluation Tool. Health Expect. 2016;19(4):
817-827. doi:10.1111/hex.12378

Clarke V, Braun V, Hayfield N. Thematic analysis. In: Smith JA, ed.
Qualitative Psychology: A Practical Guide to Research Methods. SAGE
Publications; 2015:222-248.

MAXQDA 2022. VERBI Software. 2021.

IBM Corp. IBM SPSS Statistics forWindows, Version 27.0. 2020.
Vos AECC, Jongen EMM, van den Hout AJHC, van Lankveld JJDM.
Loneliness in patients with somatic symptom disorder. Scand J Pain.
2023;23(2):291-297. doi:10.1515/sjpain-2022-0057

Shoemaker SJ, Wolf MS, Brach C. Development of the Patient
Education Materials Assessment Tool (PEMAT): a new measure of
understandability and actionability for print and audiovisual patient
information. Patient Educ Couns. 2014;96(3):395-403. doi:10.1016/j.
pec.2014.05.027

Batterham PJ, Calear AL. Preferences for internet-based mental
health interventions in an adult online sample: findings from an
online community survey. JMIR Ment Health. 2017;4(2):e26. doi:10.
2196/mental.7722

Allen KA, Charpentier V, Hendrickson MA, et al. Jargon be gone—
patient preference in doctor communication. J Patient Exp.
2023;10:23743735231158942. doi:10.1177/23743735231
158942

Marks EM, Hunter MS. Medically unexplained symptoms: an
acceptable term. Br J Pain. 2015;9(2):109-114. doi:10.1177/
2049463714535372

Zhao Y, Zhu X, Pérez AE, et al. MHealth approach to promote oral
HIV self-testing among men who have sex with men in China: a
qualitative description. BMC Public Health. 2018;18(1):1146. doi:10.
1186/512889-018-6046-9

Williamson P, Altman D, Blazeby J, Clarke M, Gargon E. Driving up
the quality and relevance of research through the use of agreed core
outcomes. J Health Serv Res Policy. 2012;17(1):1-2. doi:10.1258/
jhsrp.2011.011131

Bombard Y, Baker GR, Orlando E, et al. Engaging patients to improve
quality of care: a systematic review. Implement Sci. 2018;13(1):98.
doi:10.1186/s13012-018-0784-z

How to cite this article: Frankl E, Hasenbank N, Dumrése K,
Lowe B, Kohlmann S. Public and patient involvement in the
development of an internet-based guide for persistent
somatic symptoms (GUIDE.PSS): a qualitative study on the
needs of those affected. Health Expect. 2024;27:€13931.
doi:10.1111/hex.13931


https://doi.org/10.2196/resprot.3795
https://doi.org/10.1186/s12875-021-01380-5
https://doi.org/10.1186/s12875-021-01380-5
https://doi.org/10.1016/j.jpsychores.2015.11.002
https://doi.org/10.1093/intqhc/mzr066
https://doi.org/10.1093/intqhc/mzr066
https://osf.io/xpevc/
https://doi.org/10.2196/jmir.5927
https://register.awmf.org/de/leitlinien/detail/051-001
https://doi.org/10.1136/bmj.j3453
https://www.gesundheitsinformation.de/unklare-koerperliche-beschwerden-funktionelle-koerperbeschwerden.html
https://www.gesundheitsinformation.de/unklare-koerperliche-beschwerden-funktionelle-koerperbeschwerden.html
https://www.gesundheitsinformation.de/unklare-koerperliche-beschwerden-funktionelle-koerperbeschwerden.html
https://doi.org/10.1097/00006842-200203000-00008
https://doi.org/10.1097/00006842-200203000-00008
https://doi.org/10.1097/psy.0000000000000240
https://doi.org/10.1016/j.psychres.2018.10.026
https://doi.org/10.1016/j.jad.2009.06.019
https://doi.org/10.1016/j.zefq.2017.07.005
https://doi.org/10.1111/hex.12378
https://doi.org/10.1515/sjpain-2022-0057
https://doi.org/10.1016/j.pec.2014.05.027
https://doi.org/10.1016/j.pec.2014.05.027
https://doi.org/10.2196/mental.7722
https://doi.org/10.2196/mental.7722
https://doi.org/10.1177/23743735231158942
https://doi.org/10.1177/23743735231158942
https://doi.org/10.1177/2049463714535372
https://doi.org/10.1177/2049463714535372
https://doi.org/10.1186/s12889-018-6046-9
https://doi.org/10.1186/s12889-018-6046-9
https://doi.org/10.1258/jhsrp.2011.011131
https://doi.org/10.1258/jhsrp.2011.011131
https://doi.org/10.1186/s13012-018-0784-z
https://doi.org/10.1111/hex.13931

	Public and patient involvement in the development of an internet-based guide for persistent somatic symptoms (GUIDE.PSS): A qualitative study on the needs of those affected
	1 INTRODUCTION
	2 METHODS
	2.1 Study design
	2.2 PPI
	2.2.1 Workshops
	2.2.2 Participatory research team

	2.3 Sampling
	2.4 Questionnaires
	2.5 Data analyses

	3 RESULTS
	3.1 Participants
	3.2 Thematic analysis
	3.2.1 Perceived barriers in healthcare
	3.2.2 Needs for GUIDE.PSS
	3.2.3 Practical implications for GUIDE.PSS
	Content
	Language
	Design


	3.3 PPI evaluation
	3.4 Impacts of PPI

	4 DISCUSSION
	4.1 Limitations

	5 CONCLUSION
	AUTHOR CONTRIBUTIONS
	ACKNOWLEDGEMENTS
	CONFLICT OF INTEREST STATEMENT
	DATA AVAILABILITY STATEMENT
	ETHICS STATEMENT
	ORCID
	REFERENCES




