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University Department, Hôpitaux Universitaires Henri Mondor–Albert Chenevier, Université Paris Est Créteil,
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Abstract

Background

Subthalamic nucleus deep brain stimulation (STN-DBS) is an effective treatment for the

motor and non-motor signs of Parkinson’s disease (PD), however, psychological disorders

and social maladjustment have been reported in about one third of patients after STN-DBS.

We propose here a perioperative psychoeducation programme to limit such social and famil-

ial disruption.

Methods

Nineteen PD patients and carers were included in a randomised single blind study. Social

adjustment scale (SAS) scores from patients and carers that received the psychoeducation

programme (n = 9) were compared, both 1 and 2 years after surgery, with patients and car-

ers with usual care (n = 10). Depression, anxiety, cognitive status, apathy, coping, parkinso-

nian disability, quality-of-life, carers’ anxiety and burden were also analysed.

Results

Seventeen patients completed the study, 2 were excluded from the final analysis because of

adverse events. At 1 year, 2/7 patients with psychoeducation and 8/10 with usual care had

an aggravation in at least one domain of the SAS (p = .058). At 2 years, only 1 patient with

psychoeducation suffered persistent aggravated social adjustment as compared to 8
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patients with usual care (p = .015). At 1 year, anxiety, depression and instrumental coping

ratings improved more in the psychoeducation than in the usual care group (p = .038, p =

.050 and p = .050, respectively). No significant differences were found between groups for

quality of life, cognitive status, apathy or motor disability.

Conclusions

Our results suggest that a perioperative psychoeducation programme prevents social mal-

adjustment in PD patients following STN-DBS and improves anxiety and depression com-

pared to usual care. These preliminary data need to be confirmed in larger studies.

Introduction

Parkinson’s disease (PD) is a progressive neurodegenerative disorder classically characterised by

motor signs, (i.e. tremor, bradykinesia, rigidity, gait and balance disorders) and also non-motor

symptoms with cognitive and neuropsychiatric disorders such as depression, apathy and anxiety

[1]. For over fifteen years, deep brain stimulation (DBS) of the subthalamic nucleus (STN) has

been shown to be an efficient means of improving motor disability while allowing a reduction of

dopaminergic drug treatment and levodopa-induced motor complications [2]. Despite this dra-

matic improvement, previous studies have frequently reported negative psychological outcomes.

Indeed, STN-DBS may provoke hypomanic status or impulsivity, which can be improved by the

interruption of STN-DBS or by modifying the parameter settings [3–5]. The psychological con-

sequences of STN-DBS are still a subject of debate with some studies reporting an improvement

or no change in depression and/or anxiety [6–9] and others an aggravation [10,11]. In addition,

changes in self-image and personality traits have also been reported [12,13] with perceived out-

come subjectively judged as negative [14]. The latter negative psychological outcomes may result

in a reduced improvement in quality of life, but also reduced social and familial adjustment with

a paradoxical aggravation in about one third of cases with work disruption, marital or familial

discord [7,12,14,15]. This postoperative maladjustment was initially described as a “burden of

health” given the patients’ difficulties to return to their “normal” life after surgery [16]. More

recently, it has been matched to the “burden of normality” syndrome, initially described within

the context of anterior-temporal lobectomy in epilepsy patients [17] who experienced psycholog-

ical and social complications following the “chronically ill” to the “seizure free” transition. No

clinical factor has been clearly identified in relation to the occurrence of postoperative maladjust-

ment, but patients’ realistic vs. unrealistic expectations about the treatment seem to play a central

role [18–21]. Psychoeducational interventions have been previously proposed as a method to

accompany medical treatments with positive impact on treatment outcome and patients’ psy-

chological adjustment [22–28]. Nevertheless no specific intervention has been advocated to

avoid these psychological side effects following STN-DBS. In this prospective randomised con-

trolled study, we report the effects of a psychoeducation programme, specifically designed for

PD patients enrolled for STN-DBS and for their respective carers, given their central role on the

dyad psychological adjustment after DBS-STN [29].

Materials and methods

Participants

Nineteen PD candidates for STN-DBS (4 women and 15 men, median age [Interquartile

range] = 60 [52–65] years, median disease duration [Interquartile range] = 9 [8–15] years) and
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their respective carers (spouses in all cases, 4 men and 15 women, median age [Interquartile

range] = 59 [52–65] years) were recruited in this prospective randomised controlled study

between February 2008 and September 2011 (APHP Promotion P060101, N˚ IRCD: 2006-

A00230-51, Fig 1). The study was approved by the local ethics committee (CPP Ile-de-France

Paris VI, N˚ CPP: 3–07, date: 24/08/2007), and was registered at the ClinicalTrials.gov website

(NCT02554370) after enrolment of participants due to the sponsor’s initial omission. The

authors confirm that all ongoing and related trials for this intervention are registered. All par-

ticipants completed and signed a written information and consent form.

Patient’s inclusion criteria were the inclusion criteria for STN-DBS: diagnosis of idiopathic

PD, age between 20 and 70 years old, moderate to severe motor parkinsonian disability (Hoehn

& Yahr without levodopa treatment (OFF) score� 2.5) with a good levodopa response (> 50%),

disabling levodopa-induced motor complications despite optimal antiparkinsonian drug treat-

ment (Table 1) [30]. Patients with levodopa resistant motor axial signs, dementia (Mattis demen-

tia rating scale< 130) [31], severe psychiatric (psychosis, bipolar disorder, major depressive

disorder or severe personality disorder assessed with the Mini International Neuropsychiatric

Interview-MINI and Temperament and Character Inventory-TCI) [32,33] or any additional

neurological disorders were excluded.

Fig 1. Flow-chart of the study.

https://doi.org/10.1371/journal.pone.0174512.g001
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Study design

We hypothesised that our psychoeducational programme, focussing on patients’ and carers’

expectations, should decrease the occurrence of social maladjustment in PD patients 1 year

after surgery (hypothesis 1). We also looked to see whether changes in social adjustment persist

2 years after surgery and whether they are beneficial for carers (hypothesis 2). After inclusion,

the patients’ social adjustment was assessed with the Social Adjustment Scale (SAS) [34]. This

scale comprises 6 domains: work, social life, family, couple, children and global social adjust-

ment, evaluated during an interview with 6 to 14 items per domain. At the end of the interview,

each domain was rated from 1 (excellent) to 7 (very severe maladjustment) by the investigator,

using the ‘global evaluation part’ of the SAS. Eligible patients (and their carers) were randomly

assigned in a 1:1 ratio to one of two groups: one group underwent the psychoeducation pro-

gramme and usual treatment and the other underwent the usual treatment alone. We used a

blocking-scheme and a centralised procedure for randomisation, with stratification according

to their preoperative couple SAS domain score (Fig 1).

The main outcome criterion was the “couple” SAS domain score obtained 1 year after sur-

gery in PD patients. The SAS interview was videorecorded and scored (all subdomains: work,

social life, family, couple, children and global social adjustment) by an independent evaluator

blind to the treatment group. In line with our previous studies [7,12], within this research pro-

gramme we expected that 2/3 patients in the psychoeducation group would have full socio-

familial adjustment one year after surgery and none in the usual treatment group. Given these

assumptions (normal scores test, two-tailed test, alpha = 5%, exact test), having 10 patients in

each group provides a power of 70%.

The psychoeducation programme

Psychoeducational intervention was centred on information transmission, identification and

clarification of patients’ and carers’ expectations and coping preparation, targeting not only

the restoration of patients’ sense of control during the entire treatment but also the adjustment

of maladaptive thinking processes. The psychoeducation programme focused on 3 main

domains: first—neurosurgical procedure and neurological outcome, which was performed by

the neurosurgeon and neurologist; second—social life impact including work, social and famil-

ial relationship, performed by the neurologist and psychologists; third–the couple relationship,

with each couple being interviewed individually for one hour by a neurologist, psychiatrist and

psychologists, in a joint session. The programme consisted of 7 two-hour sessions, which were

attended by groups of 3 to 4 couples per session, with the exception of the third domain–the

couple relationship—where sessions were performed for each couple individually. Each

domain was tackled in a two-way manner, first information was provided by the investigators

and second they encouraged the discussion to be about the patients’ and carers’ expectations.

Each successive session started with a “Question and Answer” period about the domain previ-

ously discussed and then, once again, information/education on the next domain was given.

Four sessions were performed 5, 4, 3 and 2 months before surgery and 3 sessions 1, 3 and 8

months after surgery (Fig 2). Specifically, preoperative sessions started with a 15–20 minutes

educational block performed by investigators aimed at information transmission, regarding

each individual domain, using a rich multimedia slideshow (S1 File). No media resources were

used during the sessions after surgery (Fig 2).

Clinical assessment

Patients and carers were evaluated 6 months before and 1 and 2 years after surgery (Table 2).

Psychoeducation for PD patients with STN-DBS
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In PD patients, psychiatric assessment included depressive symptom evaluation with the

Montgomery-Asberg Depression Rating Scale (MADRS, range:0–60, with higher scores indi-

cating greater depression severity) [35], anxiety evaluation with the State Trait Anxiety Inven-

tory (STAI state and STAI trait scales, range:20–80, with higher scores indicating greater

anxiety) [36]; coping strategies with both the Coping Health Injuries and Problems (CHIP,

assessing 4 coping dimensions: distraction; palliative; instrumental and emotional preoccupa-

tion, range: 0–40 for each dimension) [37] and Ways of Coping Checklist (WCC, 5 coping

Table 1. Biographical and clinical characteristics of the 19 PD patients candidate for STN-DBS.

Subject Group Sex Age

(yrs)

Education

level

Actual or

past

occupation

Disease

duration

(yrs)

Parkinsonian motor

disability

LEDD

(mg)

MDRS Past medical history Psychotropic

treatment

OFF

levodopa

ON

levodopa

1 UT M 51 3 Farmer (FT) 8 21 2 1100 141 Hypercholesterolemia None

2 PSY M 44 4 Clerk (PT) 10 48 1 1150 144 Depression,

Appendectomy

Alprazolam

3 PSY M 53 5 Car

mechanic

(DI)

12 10 2 900 136 Ankle sprain None

4 PSY M 44 2 Building

contractor

(DI)

7 43 16 1000 142 Depression,

Hypercholesterolemia

Citalopram

5 UT M 63 7 Entrepreneur

(RE)

13 24 0 900 144 Hypertension, benign

pancreatic tumour

Bromazepam

6 UT W 69 7 Housewife 8 19 4 800 144 Ulcerative colitis Prazepam

7 UT W 45 7 Nurse (DI) 8 19 0 450 144 Epilepsy, Thyroid

nodule

None

8 PSY M 70 7 Employee

trade (RE)

15 45 15 1350 134 Depression,

Melanoma,

Lombosciatica

Paroxetine

9 UT M 60 5 Employee

trade (RE)

8 41 4 1600 143 Depression,

Hypercholesterolemia,

Inguinal hernia surgery

Venlafaxine

10 PSY W 59 6 Housewife 9 37 3 700 144 Depression,

Hypertension,

Glaucoma

Seropram,

Clonazepam

11 PSY M 52 4 Driver (FT) 8 69 29 850 136 None None

12 UT M 62 7 Computer

scientist (RE)

20 29 5 1050 141 Hypertension None

13 UT M 64 4 Bank

employee

(RE)

12 34 1 1250 141 Depression, Prostatic

surgery

Seropram,

Clonazepam

14 UT W 70 4 Housewife 15 21 11 1000 137 Hypercholesterolemia None

15 PSY M 70 7 Entrepreneur

(RE)

8 37 15 1100 127 Inguinal hernia surgery None

16 PSY M 67 4 Employee

trade (RE)

9 21 5 1200 135 Asthma, Inguinal

hernia surgery

None

17 UT M 61 4 Electrician

(RE)

20 29 7 1000 131 Depression,

Hypercholesterolemia

Seropram,

Alprazolam

18 UT M 59 6 Printer (DI) 21 54 13 1050 138 None Clonazepam

19 PSY M 59 7 Project

manager (FT)

7 26 3 1150 142 Myocardial infarction None

UT: usual treatment alone; PSY: psychoeducation; M: men; W: women; OFF: without levodopa treatment; ON: with levodopa treatment; LLEDD: levodopa-

equivalent daily dosage; FT: full time; PT: part time, DI: disability; RE: retired

https://doi.org/10.1371/journal.pone.0174512.t001
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domains: problem focus; social support; self blaming; positivism and avoidance) [38]. Quality

of life was measured using both the summary index of the Parkinson’s Disease Questionnaire

(SI-PDQ-39, 8 dimensions: mobility, activities of daily living, emotional well-being, stigma,

social support, cognition, communication and bodily discomfort, range:0–100, lower score

indicates better quality of life) [39] and the World Health Organisation Quality of Life survey

(WHOQOL-BREF, 4 domains: physical health; psychological health; social relationships and

environment) [40].

Neuropsychological evaluation focused on executive functions by using the Mattis Demen-

tia Rating Scale (MDRS, range: 0–144, higher score indicates a better cognitive status) [41] and

Frontal Assessment Battery (FAB, range: 0–18, higher scores indicates better cognitive status)

[42], and apathy using the Starkstein scale (range: 0–42, with higher scores indicating greater

apathy, with a score of 14 used as the pathological cut-off) [43].

Parkinsonian disability was assessed with the Unified Parkinson’s Disease Rating Scale

(UPDRS) [44]: Part I–mentation, behaviour and mood; Part II–activities of daily living (ADL);

Part III–motor examination; Part IV–levodopa-related motor complications. The ADL score

was assessed by patient interview in the ‘off’ and ‘on’ antiparkinsonian drug conditions. Before

surgery, motor disability was examined after a 12-hour interruption of antiparkinsonian medi-

cation (‘off’ drug) and after administration of a single suprathreshold dose of levodopa (‘on’

drug, usual morning levodopa equivalent dosage + 50 mg). After surgery, motor disability was

evaluated in 4 conditions, the same day and in the same order: with STN stimulation after a

12-hour interruption of antiparkinsonian medication (‘on’ stimulation ‘off’ drug); after stimu-

lation was stopped for at least 90 minutes (‘off’ stimulation ‘off’ drug); after administration of

the suprathreshold dose of levodopa (‘off’ stimulation and ‘on’ drug); and finally with chronic

stimulation and levodopa (‘on’ stimulation ‘on’ drug). The levodopa-equivalent dosage, stimu-

lation parameters settings, and number of outpatient visits were also noted for each visit.

Carers were assessed at 6 months before and 1 and 2 years after surgery. Anxiety was

assessed using the STAI and burden using the Zarit Burden Interview-ZBI-22 (ZBI-22, range:

0–88, high score indicates higher burden) [45], that measures subjective perception of burden

related to the patients’ functional and behavioural impairments.

All patients were asked to report psychotropic medication changes, medical, psychiatric

and psychological consultations in a notebook that was recovered at each visit.

Fig 2. Randomised, single-blind, parallel design of the study. Patients were included and randomised 6

months before surgery for the psychoeducation programme (above) or usual treatment (below). CCA:

Complete clinical assessment; Q&A: Question and Answer; * Individual session.

https://doi.org/10.1371/journal.pone.0174512.g002
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Table 2. Changes in social adjustment, quality of life, anxiety, coping strategies, cognitive processes/abilities/functions and parkinsonian disabil-

ity, both 1 and 2 years after surgery.

Psychoeducation group Usual treatment group

Before

surgery

Change with STN-DBS Before surgery Change with STN-DBS

1 year 2 years 1 year 2 years

Social Adjustment Scale

(SAS)

Work 3 [2;4] 0 [-3;0] -1 [-3.5;-0.5] 3 [2;3] 0 [0;1] 1 [0;2]

Social life 3 [2;4] -1 [-1;0] -1 [-2;0] 3 [2;4] -0.5 [-1;1] 0 [0;1]

Family 2 [2;3] -0.5 [-1;0] -1 [-1;0] 2 [2;2] 0 [0;0] 0 [0;1]a

Couple 3 [2;4] 0 [-2;1] 0 [-2;0] 3 [2;4] 0 [-1;0] 0 [-1;0]

Children 2 [2;3] -1 [-1;0] -1 [-1;-1] 2 [2;3] -0.5 [-1;0] -1 [-1;0]

Global 3 [2;3] 0 [-2;0] -1 [-1;0] 3 [3;3] 0 [0;1] 0 [-1;0]

Quality of life

PDQ_39 SI 35 [31;53] -12.6 [-15;-10] -11.7 [-14;-

10]

35 [32;38] -2.8 [-12;4] -1.0 [-11;2]

Whoqol_26 64 [53;82] -1 [-9;10] -32 [-32;15] 83 [74;93] -15.5 [-27.5;-

5.5]

-10 [-16;-1]

Depression (MADRS) 10 [7;18] -6 [-15;-2]

(n = 9)

-8 [-13;-1] 7 [5;10] 1 [-2;2]a 2.5 [-2;7]a

Anxiety

STAI State 47 [44;50] -6 [-8;-3] 1 [-6;4] 52 [48;45] -0.5 [-5;0]a -1.5 [-6;0]

STAI Traits 43 [39;52] 2 [-4;2] 0 [-4;2] 47.5 [45;50] -3.5 [-5;-1] -2.5 [-4;1]

Coping (CHIP)

Emotional 32 [23;35] -1 [-16;5] -12 [-33;-5] 27 [19;31] -4.5 [-11;0] -5 [-12;-5]

Instrumental 23 [21;31] 2 [-1;2] -4 [-9;1] 31 [25;33] -5.5 [-8;-1]a -6 [-8;-3]

Palliative 20 [19;23] 2 [-3;6] -1 [-4;8] 21.5 [18;23] 1.5 [-1;4] -1.5 [-3;7]

Distraction 28 [18;29] 2 [-8;2] -5 [-8;-1] 23 [20;29] -1.5 [-4;0] -2 [-7;0]

Apathy (Starkstein) 6 [4 ;7] -1 [-3 ;5] 4 [1 ;8] 8 [6 ;9] 4 [2 ;5] 5 [1 ;6]

Cognition

MDRS 142 [135;144] -5 [-6;1] -5 [-8;1] 141 [138;144] -7 [-7;-5] -7 [-10;-3]

FAB 17 [16;18] 0 [-4;1] -1 [;5;0] 16.5 [16;17] -0.5 [-3;0] -2 [-3;-1]

Parkinsonian disability

(UPDRS)

Part I_Mental 1 [0;5] -1 [-5;1] 1 [;4;1] 1.5 [1;2] 1 [0;3] 0 [0;1]

Part II_ADL OFF 19 [15;23] -9 [-11; -1] -11 [-15;-5] 18 [16;22] -5 [-6;-1] -8 [-14;5]

Part III ADL ON 5 [2;9] 2 [1;9] (n = 5) 1 [-1;6]

(n = 5)

7.5 [3;11] 4 [3;9] 1.5 [0;4]

Part III_Motor disability

OFF

37 [21;45] -18 [-32;-11] -26 [-32;-6] 26.5 [21;34] -16 [-21;-8] -13 [-19;-2]

Part III Motor disability

ON

3 [2;15] 2 [-1;7] 5 [3;6] 4 [1;7] 6 [5;7] 10.5 [6;12]a

Part IV_LD

complications

8 [6;10] -7 [-8;-6] -6 [-8;-2] 9.5 [7;11] -4 [-11;-2] -8.5 [-9;-5]

Antiparkinsonian treatment

LEDD (mg/d) 1130

[803;1160]

-357 [-503;-

310]

-310 [-466;-

168]

1247

[1129;1404]

-557 [-813;-

454]

-480 [-866;-

406]

Dopaminergic agonists

(mg/d)

300 [100 ;450] -50 [-300 ;0] -100 [-300 ;0] 200 [100 ;300] -100 [-200 ;0] -100 [-200 ;-

50]

Outpatient visits 7 [6;11] 6 [5;6] 8 [7;9] 4.5 [2;7]

Carers

Burden (Zarit) 30 [12;37] 1 [-5;9] -5 [-9;4] 19 [9;30] 8 [6;12] 7 [-2;17]

(Continued )
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Statistical assessment

Statistical intention-to-treat analysis was carried out. Data are expressed as median [Interquar-

tile range] or n (%). The changes in scores between baseline (before surgery) and 1 year after

surgery, and between baseline and 2 years after surgery, were compared between groups with

Mann Whitney tests for quantitative variables and Fisher Exact tests for qualitative variables,

with the SAS 9.2 statistical package (SAS Institute Inc.). For the SAS, a one point change in a

domain was considered as an improvement if negative and an aggravation if positive. All

reported p-values are two-tailed with a type I error rate considered statistically significant for

5% and below.

Results

Nine PD patients (1 woman and 8 men, median age [Interquartile range] = 60 [52–65] years,

median disease duration [Interquartile range] = 9 [8–15] years) and their carers (median age

[Interquartile range] = 59 [59–64] years) were randomised into the psychoeducation pro-

gramme group and 10 patients (3 women and 7 men, median age [Interquartile range] = 60

[52–65] years, median disease duration [Interquartile range] = 9 [8–15] years) and their carers

(median age [Interquartile range] = 57 [48–63] years) into the usual treatment group (Fig 1).

After randomisation, 2 patients (P11 and P15) from the psychoeducation group presented

adverse events that prevented surgery (preoperative cognitive decline, haemostasis deficit).

Finally, 17 patients (psychoeducation, n = 7; usual treatment, n = 10) and carers were tested

before (baseline), 1 and 2 years after surgery.

Effect of the psychoeducation programme on the social adjustment after

STN-DBS

One year after surgery, the “couple” subdomain had worsened in 2 patients in both psychoedu-

cation (P08 and P16) and usual treatment groups (P05 and P14), with no significant differ-

ences between groups (p = .65). Moreover, 2 out of 7 patients in the psychoeducation group

(P8 and P16) and 8 out of 10 patients in the usual treatment group (P01, P05, P06, P07, P09,

P12, P14 and P17) showed an aggravation of at least one of the social adjustment subdomains

(p = .058, Fig 3). Two years after surgery, social maladjustment persisted in 8 out of 10 patients

Table 2. (Continued)

Psychoeducation group Usual treatment group

Before

surgery

Change with STN-DBS Before surgery Change with STN-DBS

1 year 2 years 1 year 2 years

STAI State 50 [49;51] -3 [-6;4] -1 [-2;-1] 49 [49;50] -4 [-7;2] 0.5 [-1;3]

STAI Traits 47 [44;49] 0 [-1;4] -2 [-3;0] 45 [43;47] -1 [-4;4] 2 [-5;2]

Values are median [Interquartile range]; Change is the difference between the score after surgery with STN-DBS (1 and 2 years) and the score before

surgery in the same levodopa treatment condition, Off: without levodopa treatment, On: with levodopa treatment. ADL: Activities of daily living; CHIP:

Coping with Health Injuries and Problems; FAB: Frontal assessment battery; LEDD: levodopa-equivalent daily dosage; MADRS: Montgomery and Asberg

Depression Rating Scale; MDRS: Mattis Dementia Rating Scale; OFF: without levodopa treatment; ON: with levodopa treatment; PDQ-39 SI: Parkinson’s

disease quality of life questionnaire score index; SAS: Social Adjustment Scale; STAI: State Trait Anxiety Inventory; UPDRS: Unified Parkinson’s Disease

Rating Scale; Whoqol-26: World Health Organisation Quality of Life. Higher scores indicate worse motor or psychiatric symptoms/traits, quality of life and

social adjustment, except for MDRS and FAB for which high scores indicate better cognitive function.
ap<0.05 for difference in score changes 1 and 2 years after surgery between patient groups (Mann-Whitney tests for quantitative variables, Fisher Exact

tests for qualitative variables)

https://doi.org/10.1371/journal.pone.0174512.t002
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of the usual treatment group whereas only 1 patient in the psychoeducation group showed per-

sistent aggravation (P16) (p = .015, Fig 3); 3 out of 7 patients in the psychoeducation group

showed an improvement in the ‘family’ score whereas, for the same measure, an aggravation

was found in 3 out of 10 patients in the usual treatment group (p = .043, Fig 3).

Effects of psychoeducation programme on psychiatric symptoms and

quality of life

One year after surgery, patients that participated in the psychoeducation programme showed a

significantly greater decrease in depression (p = .050) and anxiety scores (p = .038), with an

improvement in instrumental coping (p = .038). Two years after surgery, patients in the psy-

choeducation programme showed a greater decrease in depression score (p = .041) in compar-

ison to patients following the usual treatment (Table 2).

Parkinsonian disability, cognitive status, apathy, treatments and

electrode locations 1 and 2 years after surgery

One and two years after surgery, we found no significant differences in the changes in the par-

kinsonian motor disability, activities of daily living and drug treatments, except for a smaller

increase in the parkinsonian motor disability score (UPDRS part III, ‘on’ stimulation ‘on’

drug) (p = .011) in patients with psychoeducation versus the usual treatment 2 years after sur-

gery (Table 2). After surgery, in the usual treatment group, 8/10 and 6/10 patients had dopami-

nergic agonists, 1 and 2 years after surgery, respectively, and 4/7 patients in the

psychoeducation group both at 1 and 2 years after surgery. No significant differences in elec-

trode locations or in stimulation parameters settings were found between groups (Fig 4).

The changes in cognition (MDRS and FAB scores) and apathy were not significantly differ-

ent between groups (Table 2) with 1/7 and 2/10 patients developing apathy one year after sur-

gery in the psychoeducation and usual treatment groups, respectively, and 2 patients in both

groups 2 years after.

Carers

The changes in the anxiety (STAI) and burden (ZBI-22) scores between baseline and the first

and second year follow-up evaluations did not differ between carer groups (psychoeducation

versus usual treatment group). However, carers who followed the psychoeducation pro-

gramme tended to have a greater anxiety decrease 2 years after surgery compared to carers

from the usual treatment group (p = .11, Table 2).

Serious adverse events

In the post-operative period (0–3 months after surgery), 2 patients suffered transient confusion

with psychosis which was treated with an antipsychotic drug (clozapine) (P08 and P14), 2

patients presented an acute hypomanic status which disappeared entirely after changes of the

stimulation parameters (P02 and P04) and 1 patient had a pulmonary embolism which was

treated with an antivitamin K drug (P02). One patient was operated 1 year after surgery for

knee prosthesis because of chronic arthritis (P01).

Discussion

In this randomised controlled study, a perioperative psychoeducation programme was found

to prevent postoperative maladjustment in all subdomains, except for one patient, suggesting
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that it is an effective means of avoiding the social maladjustment paradox in PD patients fol-

lowing STN-DBS.

The postoperative social maladjustment following STN-DBS has been attributed, at least

partially, to the “burden of normality” syndrome. This syndrome has been described in

patients suffering from severe chronic diseases which benefit from treatment that dramatically

improves their clinical status and is characterised by psychological, behavioural and social

function disturbance, including intra-couple relationship dynamics [46–49]. It has been iden-

tified in patients with chronic illness that suffer a severe disabling condition and the disruption

Fig 3. Social adjustment modifications at 1 and 2 years after STN-DBS. Changes in the different domains

of the Social Adjustment Scale (SAS) 1 and 2 years after surgery in PD patients were operated for STN-DBS

without (above) and with (below) the psychoeducation programme. Aggravation is defined as an increase of

�1 point of the SAS domain, improvement is defined by a decrease of� 1 point of the SAS domain, in

comparison to before the surgery.

https://doi.org/10.1371/journal.pone.0174512.g003

Fig 4. Electrode locations on postoperative MRI in the 17 PD patients operated for STN-DBS. Superior

view of the STN after fusion with the three-dimensional MRI acquisition, an axial plane of which is shown.

Electrode localisation is presented along the long axis of each electrode with transparent rendering of the

three STN territories (limbic, yellow; associative, purple; motor, green). The active contacts are blue and the

non active contacts are grey. Using this strategy, the mean mediolateral, anteroposterior and dorsoventral

coordinates of active contacts in the 17 PD patients were 11.4±1.5 mm, 9.3±1.4 mm and 3.0±1.7 mm, in the

anterior commissure-posterior commissure (AC-PC) space respectively. Panel A shows the electrode

locations for the 7 patients who received the perioperative psychoeducation programme. Panel B shows the

location of the electrodes in the 10 patients without perioperative psychoeducation programme.

https://doi.org/10.1371/journal.pone.0174512.g004
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produced by the experience of being “cured”, with disturbed self-image and identity and diffi-

culty in relinquishing the impaired status. The “normal” condition causes a highly demanding

pursuit to finally fulfil life events that have been previously missed out on [46]. It is hypothe-

sised as being a psychosocial maladjustment derived from the confrontation of patients’ nega-

tive beliefs of their illness and unrealistic expectations which affects the pre/post-treatment

transition, although it is understood to stem from the pre-treatment period [46]. This mis-

match, produced by patients’ unrealistic or non-specific expectations, has been associated with

psychosocial maladjustment during the post-treatment phase of other chronic diseases

[18,47,48]. Previous studies have shown that psychoeducation interventions are effective in

preventing such post-treatment syndromes in cardiac [22], bariatric [26] or transplant surger-

ies [23,24] and oncological treatment [25,27,28,50]. However, to our knowledge, no such spe-

cific approach has been tested to avoid this maladjustment in PD patients undergoing

STN-DBS. The recent identification of social maladjustment in PD patients undergoing

STN-DBS led therapists to suggest a multidisciplinary psychosocial preparation of patients

and carers [12,17]. Here, we propose a psychoeducation programme that includes educational

elements based on the representations and treatment expectations of patients and carers,

through the expression of their hopes/beliefs about life changes after surgery. Investigator

interventions were focussed not only on providing participants with systematic information

but also on performing cognitive corrections to maladaptive thinking patterns, through the

‘Question and Answer’ sessions, allowing for both patients and carers to anticipate physical

and emotional changes, whilst paying particular attention to unrealistic/nonspecific expecta-

tions. Thereby, the fact that maladjustment was avoided in PD patients included in the psy-

choeducation group suggests that this perioperative approach is quite specific and effective in

avoiding, at least partially, this complex post-operative syndrome.

Maladjustment prevention obtained through our psychoeducation programme in PD

patients after STN-DBS may also result from other effects. This could result from the reduction

of motor disability and levodopa-related complications as well as an improved quality of life

induced by STN-DBS. However, the fact that both post-operative motor and quality of life

improvements did not differ between groups does not support this hypothesis. Moreover, mal-

adjustment was previously reported in PD patients with a dramatic improvement of their

motor status after STN-DBS [12,51]. Conversely, the aggravation of socio-familial adjustment

observed in patients without a psychoeducation programme could result from a smaller

decrease in dopaminergic agonist daily dosage and/or the occurrence of a post-operative apa-

thy in these patients, as previously reported [52]. The fact that apathy was similarly reported in

both groups with no significant difference in the dopaminergic agonist reduction after

STN-DBS is not in line with this hypothesis. Lastly, PD patients whom participated in the psy-

choeducation programme suffered less anxiety and depression after STN-DBS, with carers

showing a similar trend with reduced anxiety. This could suggest that our psychoeducation

programme may also have positive effects on anxiety and depression.

Our study has some limitations. First, the small number of subjects included and multiple

testing for secondary outcomes prohibits generalisation of the results obtained in this prelimi-

nary study. Second, we could not exclude the effects of other psychological or neurological fac-

tors in the improved social adjustment after surgery in patients that participated in the

psychoeducation programme. Indeed, the fact that psychoeducation was performed by medi-

cal doctors and psychotherapists who usually care for these patients in our centre may interfere

with the positive impact of the programme per se. More specifically, features concerning the

relationship between investigators and patients (e.g. the investigators’ therapeutic attitude or

empathy towards the patient) were not controlled for. To limit this interaction as far as possi-

ble, investigators were asked to pay attention to providing similar care for each patient). The
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fact that the same therapists followed the patients in the two treatment groups (psychoeduca-

tion and usual treatment groups) with no significant difference in the number of outpatient

visit, parkinsonian disability, psychotropic or antiparkinsonian medical drug treatments, elec-

trode locations or DBS parameter settings, suggests, at least partly, that the medical care was

not significantly different between groups. Third, we did not specifically assess the personality

traits of patients and carers, depression and quality of life in carers and their possible changes

with STN-DBS, these parameters being identified as potential contributors to the post-opera-

tive perceived outcome [13]. This prevents us from precisely assessing the role of such psycho-

logical parameters on the effects of our psychoeducation programme. However, except for the

hypomanic episodes that occurred in 2 patients after surgery, none of our patients or carers

subjectively reported personality changes after surgery. Lastly, the fact that the changes in the

burden score were not significantly different between carer groups after surgery suggests that

the carers’ perceived medical outcome is quite similar between groups. Finally, the results

obtained in this pilot study suggest designing a larger randomised double-blind study with

accurate control of psychological factors, in both patients and carers, that could intervene with

the postoperative sociofamilial adjustment.

Conclusions

In conclusion, this preliminary study provides arguments for the importance of preparing PD

patients for their post-operative condition, taking into account the social, familial and marital

consequences in close relationship with the carer, in order to prevent social maladjustment fol-

lowing STN-DBS. These results need to be confirmed in future larger studies with double-

blind assessment, and also to demonstrate its feasibility from an ecological point of view and

identify predictive factors.
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14. Agid Y, Schüpbach M, Gargiulo M, Mallet L, Houeto JL, Behar C, et al. Neurosurgery in Parkinson’s

disease: the doctor is happy, the patient less so? J Neural Transm Suppl. 2006; 409–14. PMID:

17017560

Psychoeducation for PD patients with STN-DBS

PLOS ONE | https://doi.org/10.1371/journal.pone.0174512 April 11, 2017 13 / 15

http://www.ncbi.nlm.nih.gov/pubmed/1564476
https://doi.org/10.1056/NEJMoa035275
http://www.ncbi.nlm.nih.gov/pubmed/14614167
http://www.ncbi.nlm.nih.gov/pubmed/11746616
https://doi.org/10.1002/mds.10530
http://www.ncbi.nlm.nih.gov/pubmed/14639687
https://doi.org/10.1073/pnas.0610849104
http://www.ncbi.nlm.nih.gov/pubmed/17556546
https://doi.org/10.1136/jnnp.2002.009803
http://www.ncbi.nlm.nih.gov/pubmed/15145995
https://doi.org/10.1001/archneur.63.8.1090
https://doi.org/10.1001/archneur.63.8.1090
http://www.ncbi.nlm.nih.gov/pubmed/16908734
https://doi.org/10.1016/S1474-4422(08)70114-5
http://www.ncbi.nlm.nih.gov/pubmed/18538636
https://doi.org/10.1002/ana.21596
http://www.ncbi.nlm.nih.gov/pubmed/19288469
http://www.ncbi.nlm.nih.gov/pubmed/12427897
https://doi.org/10.1176/jnp.2009.21.4.398
http://www.ncbi.nlm.nih.gov/pubmed/19996248
https://doi.org/10.1212/01.wnl.0000234880.51322.16
https://doi.org/10.1212/01.wnl.0000234880.51322.16
http://www.ncbi.nlm.nih.gov/pubmed/16801642
https://doi.org/10.1017/S0033291714001081
http://www.ncbi.nlm.nih.gov/pubmed/25066623
http://www.ncbi.nlm.nih.gov/pubmed/17017560
https://doi.org/10.1371/journal.pone.0174512


15. Houeto JL, Mesnage V, Mallet L, Pillon B, Gargiulo M, du Moncel ST, et al. Behavioural disorders, Par-

kinson’s disease and subthalamic stimulation. J Neurol Neurosurg Psychiatry. 2002; 72: 701–7. https://

doi.org/10.1136/jnnp.72.6.701 PMID: 12023409

16. Burkhard PR, Vingerhoets FJGG, Berney A, Bogousslavsky J, Villemure J-G, Ghika J. Suicide after

successful deep brain stimulation for movement disorders. Neurology. 2004; 63: 2170–2. PMID:

15596774

17. Gilbert F. The burden of normality: from “chronically ill” to “symptom free”. New ethical challenges for

deep brain stimulation postoperative treatment. J Med Ethics. 2012; 38: 408–12. https://doi.org/10.

1136/medethics-2011-100044 PMID: 22431560

18. Maier F, Lewis CJ, Horstkoetter N, Eggers C, Kalbe E, Maarouf M, et al. Patients’ expectations of deep

brain stimulation, and subjective perceived outcome related to clinical measures in Parkinson’s disease:

a mixed-method approach. J Neurol Neurosurg Psychiatry. 2013; 84: 1273–81. https://doi.org/10.1136/

jnnp-2012-303670 PMID: 23715910

19. Hariz M. Fulfillment of patients’ expectations is the ultimate goal of deep brain stimulation for Parkinson

disease. World Neurosurg. 2014; 82: 1037–9. https://doi.org/10.1016/j.wneu.2014.03.026 PMID:

24650489

20. Hasegawa H, Samuel M, Douiri A, Ashkan K. Patients’ expectations in subthalamic nucleus deep brain

stimulation surgery for Parkinson disease. World Neurosurg. 2014; 82: 1295–1299.e2. https://doi.org/

10.1016/j.wneu.2014.02.001 PMID: 24518887

21. Joint C, Aziz TZ. Outcome after deep brain stimulation surgery of the subthalamic nucleus for Parkinson

disease: do we understand what is important to our patients? World Neurosurg. Elsevier Ltd; 2014; 82:

1035–6. https://doi.org/10.1016/j.wneu.2014.03.027 PMID: 24650487

22. Anderson EA. Preoperative preparation for cardiac surgery facilitates recovery, reduces psychological

distress, and reduces the incidence of acute postoperative hypertension. J Consult Clin Psychol. 1987;

55: 513–20. PMID: 3497959

23. Craven JL, Bright J, Dear CL. Psychiatric, psychosocial, and rehabilitative aspects of lung transplanta-

tion. Clin Chest Med. 1990; 11: 247–57. PMID: 2189660

24. Perry D. Psychological and social preparation for bone marrow transplantation. Soc Work Health Care.

2000; 30: 71–92. https://doi.org/10.1300/J010v30n04_05 PMID: 10963068

25. Carey M, Schofield P, Jefford M, Krishnasamy M, Aranda S. The development of audio-visual materials

to prepare patients for medical procedures: an oncology application. Eur J Cancer Care (Engl). 2007;

16: 417–23.

26. Beaulac J, Sandre D. Impact of a CBT psychotherapy group on post-operative bariatric patients. Spring-

erplus. Springer International Publishing; 2015; 4: 764. https://doi.org/10.1186/s40064-015-1558-6

PMID: 26682117

27. Steele AC, Mullins LL, Mullins AJ, Muriel AC. Psychosocial Interventions and Therapeutic Support as a

Standard of Care in Pediatric Oncology. Pediatr Blood Cancer. 2015; 62 Suppl 5: S585–618.

28. Ohlsson-Nevo E, Karlsson J, Nilsson U. Effects of a psycho-educational programme on health-related

quality of life in patients treated for colorectal and anal cancer: A feasibility trial. Eur J Oncol Nurs. Else-

vier Ltd; 2016; 21: 181–8. https://doi.org/10.1016/j.ejon.2015.10.002 PMID: 26643400

29. Haahr A, Kirkevold M, Hall EOC,Østergaard K. “Being in it together”: living with a partner receiving

deep brain stimulation for advanced Parkinson’s disease—a hermeneutic phenomenological study. J

Adv Nurs. 2013; 69: 338–47. https://doi.org/10.1111/j.1365-2648.2012.06012.x PMID: 22500886

30. Hoehn MM, Yahr MD. Parkinsonism: onset, progression and mortality. Neurology. 1967; 17: 427–42.

PMID: 6067254

31. Schmidt R, Freidl W, Fazekas F, Reinhart B, Grieshofer P, Koch M, et al. The Mattis Dementia Rating

Scale: normative data from 1,001 healthy volunteers. Neurology. 1994; 44: 964–6. PMID: 8190307

32. Cloninger CR. The temperament and character inventory (TCI): A guide to its development and use.

Center for psychobiology of Personality, Washington University; 1994.

33. Sheehan D V, Lecrubier Y, Sheehan KH, Amorim P, Janavs J, Weiller E, et al. The Mini-International

Neuropsychiatric Interview (M.I.N.I.): the development and validation of a structured diagnostic psychi-

atric interview for DSM-IV and ICD-10. J Clin Psychiatry. 1998; 59 Suppl 2: 22-33-57.

34. Weissman MM. The assessment of social adjustment. A review of techniques. Arch Gen Psychiatry.

1975; 32: 357–65. PMID: 1115576

35. Montgomery S a., Asberg M. A new depression scale designed to be sensitive to change. Br J Psychia-

try. 1979; 134: 382–9. PMID: 444788

36. Spielberger C. State-Trait Anxiety Inventory. Consult Psychol Press Palo Alto. 1989;

Psychoeducation for PD patients with STN-DBS

PLOS ONE | https://doi.org/10.1371/journal.pone.0174512 April 11, 2017 14 / 15

https://doi.org/10.1136/jnnp.72.6.701
https://doi.org/10.1136/jnnp.72.6.701
http://www.ncbi.nlm.nih.gov/pubmed/12023409
http://www.ncbi.nlm.nih.gov/pubmed/15596774
https://doi.org/10.1136/medethics-2011-100044
https://doi.org/10.1136/medethics-2011-100044
http://www.ncbi.nlm.nih.gov/pubmed/22431560
https://doi.org/10.1136/jnnp-2012-303670
https://doi.org/10.1136/jnnp-2012-303670
http://www.ncbi.nlm.nih.gov/pubmed/23715910
https://doi.org/10.1016/j.wneu.2014.03.026
http://www.ncbi.nlm.nih.gov/pubmed/24650489
https://doi.org/10.1016/j.wneu.2014.02.001
https://doi.org/10.1016/j.wneu.2014.02.001
http://www.ncbi.nlm.nih.gov/pubmed/24518887
https://doi.org/10.1016/j.wneu.2014.03.027
http://www.ncbi.nlm.nih.gov/pubmed/24650487
http://www.ncbi.nlm.nih.gov/pubmed/3497959
http://www.ncbi.nlm.nih.gov/pubmed/2189660
https://doi.org/10.1300/J010v30n04_05
http://www.ncbi.nlm.nih.gov/pubmed/10963068
https://doi.org/10.1186/s40064-015-1558-6
http://www.ncbi.nlm.nih.gov/pubmed/26682117
https://doi.org/10.1016/j.ejon.2015.10.002
http://www.ncbi.nlm.nih.gov/pubmed/26643400
https://doi.org/10.1111/j.1365-2648.2012.06012.x
http://www.ncbi.nlm.nih.gov/pubmed/22500886
http://www.ncbi.nlm.nih.gov/pubmed/6067254
http://www.ncbi.nlm.nih.gov/pubmed/8190307
http://www.ncbi.nlm.nih.gov/pubmed/1115576
http://www.ncbi.nlm.nih.gov/pubmed/444788
https://doi.org/10.1371/journal.pone.0174512


37. Endler NS, Parker JDA, Summerfeldt LJ. Coping with health problems: Developing a reliable and valid

multidimensional measure. Psychol Assess. 1998; 10: 195–205.

38. Paulhan I, Nuissier J, Quintard B, Cousson F, Bourgeois M. [The measurement of “coping”. French

translation and validation of the Vitaliano’s scale (Vitaliano et al. 1985)]. Ann médico-psychologiques.

1994; 152: 292–9.

39. Jenkinson C, Fitzpatrick R, Peto V, Greenhall R, Hyman N. The Parkinson’s Disease Questionnaire

(PDQ-39): development and validation of a Parkinson’s disease summary index score. Age Ageing.

1997; 26: 353–7. PMID: 9351479

40. The World Health Organization Quality of Life Assessment (WHOQOL): development and general psy-

chometric properties. Soc Sci Med. 1998; 46: 1569–85. PMID: 9672396

41. Mattis S. Dementia Rating Scale. Prof Man Psychol Assess Resour. 1988;Odessa, FL.

42. Dubois B, Slachevsky A, Litvan I, Pillon B. The FAB: a Frontal Assessment Battery at bedside. Neurol-

ogy. 2000; 55: 1621–6. PMID: 11113214

43. Starkstein SE, Mayberg HS, Preziosi TJ, Andrezejewski P, Leiguarda R, Robinson RG. Reliability,

validity, and clinical correlates of apathy in Parkinson’s disease. J Neuropsychiatry Clin Neurosci. 1992;

4: 134–9. https://doi.org/10.1176/jnp.4.2.134 PMID: 1627973

44. Fahn S, Elton RL. Unified Parkinson’s disease rating scale. Recent developments in Parkinson’s dis-

ease. Macmillan Healthcare Information, Floral Park, NJ; 1987. pp. 153–163.

45. Zarit SH, Todd PA, Zarit JM. Subjective burden of husbands and wives as caregivers: a longitudinal

study. Gerontologist. 1986; 26: 260–6. PMID: 3721233

46. Wilson S, Bladin P, Saling M. The “burden of normality”: concepts of adjustment after surgery for sei-

zures. J Neurol Neurosurg Psychiatry. 2001; 70: 649–56. https://doi.org/10.1136/jnnp.70.5.649 PMID:

11309460

47. Wilson SJ, Saling MM, Kincade P, Bladin PF. Patient expectations of temporal lobe surgery. Epilepsia.

1998; 39: 167–74. PMID: 9577996

48. Wilson SJ, Saling MM, Lawrence J, Bladin PF. Outcome of temporal lobectomy: expectations and the

prediction of perceived success. Epilepsy Res. 1999; 36: 1–14. PMID: 10463846

49. Bladin PF. Psychosocial difficulties and outcome after temporal lobectomy. Epilepsia. 1992; 33: 898–

907. PMID: 1396433

50. Hoon LS, Chi Sally CW, Hong-Gu H. Effect of psychosocial interventions on outcomes of patients with

colorectal cancer: a review of the literature. Eur J Oncol Nurs. 2013; 17: 883–91. https://doi.org/10.

1016/j.ejon.2013.05.001 PMID: 23759360

51. Perozzo P, Rizzone M, Bergamasco B, Castelli L, Lanotte M, Tavella A, et al. Deep brain stimulation of

subthalamic nucleus: behavioural modifications and familiar relations. Neurol Sci. 2001; 22: 81–2.

PMID: 11487212

52. Lewis CJ, Maier F, Eggers C, Pelzer EA, Maarouf M, Moro E, et al. Parkinson’s disease patients with

subthalamic stimulation and carers judge quality of life differently. Parkinsonism Relat Disord. 2014; 20:

514–9. https://doi.org/10.1016/j.parkreldis.2014.02.009 PMID: 24637125

Psychoeducation for PD patients with STN-DBS

PLOS ONE | https://doi.org/10.1371/journal.pone.0174512 April 11, 2017 15 / 15

http://www.ncbi.nlm.nih.gov/pubmed/9351479
http://www.ncbi.nlm.nih.gov/pubmed/9672396
http://www.ncbi.nlm.nih.gov/pubmed/11113214
https://doi.org/10.1176/jnp.4.2.134
http://www.ncbi.nlm.nih.gov/pubmed/1627973
http://www.ncbi.nlm.nih.gov/pubmed/3721233
https://doi.org/10.1136/jnnp.70.5.649
http://www.ncbi.nlm.nih.gov/pubmed/11309460
http://www.ncbi.nlm.nih.gov/pubmed/9577996
http://www.ncbi.nlm.nih.gov/pubmed/10463846
http://www.ncbi.nlm.nih.gov/pubmed/1396433
https://doi.org/10.1016/j.ejon.2013.05.001
https://doi.org/10.1016/j.ejon.2013.05.001
http://www.ncbi.nlm.nih.gov/pubmed/23759360
http://www.ncbi.nlm.nih.gov/pubmed/11487212
https://doi.org/10.1016/j.parkreldis.2014.02.009
http://www.ncbi.nlm.nih.gov/pubmed/24637125
https://doi.org/10.1371/journal.pone.0174512

