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Spasmodic Torticollis — 
Review of 220 Patients 

P. Rondot, M.P. Marchand and G. Dellatolas 

ABSTRACT: 220 patients with isolated and idiopathic spasmodic torticollis were followed and treated over a 14 year period. 
Each patient was given a short questionnaire leading to the present retrospective data analysis. In most areas, including 
female preponderance and frequency of postural tremor, the findings confirmed previous studies and highlighted particular 
points: importance of psychopathological antecedents and association with stressful life-events. The discussion deals with 
some of the conflicting debates surrounding this unusual disorder. What is the role of psychopathological factors? What is the 
therapeutic prognosis? The best therapeutic results were obtained by combining anticholinergic drugs, local injections and 
rehabilitation. 

RESUME: En 14 ans, 220 patients ont ete suivis et traites pour un torticolis spasmodique isole et idiopathique. Pour chacun 
de ces sujets, un questionnaire devaluation abrege a ete rempli. La prise en compte des donnees ainsi rassembl6es a conduit a 
la prgsente etude retrospective. Dans la plupart des domaines les r£sultats confirment les etudes anteYieures; ils mettent aussi 
en lumiere des points particuliers: importance des antecedents psychopathologiques, association a des evenements vitaux 
stressants. La discussion aborde certaines controverses suscit£es par cette dystonie: quel est le role des aspects psy­
chopathologiques? Quelles sont les perspectives therapeutiques? Les meilleurs resultats dans ce domaine ont ete obtenus en 
associant anticholinergiques, injections locales et reeducation. 
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In 1940, Kinnier Wilson stated "torticollis is a mere symp­
tom and self-evident at that".1 This symptom can be described 
as an abnormal involuntary contraction of muscles of the neck 
resulting in sustained movements or abnormal postures of the 
head.2 The chin may be turned to one side or the other (torticol­
lis) and the head may be tilted to one side (laterocollis), pushed 
forward (antecollis) or even thrown backwards (retrocollis).3 

This clinical description remains the only noncontroversial point 
in one of the most ambiguous areas of the neuropsychiatric liter­
ature. 2 

This problem dates from the most distant past since this 
abnormal position has been described in fossil dinosaurs4, and 
Rabelais coined the word "torty colly" to describe how one of 
his characters, Epistemon, was beheaded and underwent a head 
transplant by Panurge.5 A century later, in 1641, a German mili­
tary surgeon, Isaac Minnius, is said to have experimented with 
treatment by myotomy.6 

Theoretical debates arose in the 19th century. By questioning 
whether torticollis was an organic or a functional disorder, 
Brissaud stated the problem in terms relevant to the controversy 
today. He contrasted "spasms as mere phenomena originating in 
the spine, which are uniquely reflexes" with "tics, coordinated 
phenomena, originating in the cortex, which are automatisms." 

He placed torticollis in the tic category.7 "Mental torticollis" 
became part of medical terminology when in 1902 Meige wrote 
"the morbid condition is not to be found either in the muscles or 
in the nerves but in the mind itself."8 Babinski took the opposite 
point of view and identified neurological symptoms associated 
with Spasmodic Torticollis (ST).9 Cruchet also disagreed: he 
studied eight types of torticollis and found only one which he 
could classify in the so-called mental category.10 Barr6 consid­
ered the disorder organic but at the same time mentioned a neu­
rotic basis." 

Later works favoured the organic nature of the affection 
without going so far as to offer irrefutable proof. Focal lesions 
in parts of the subcortex induce abnormal cervical postures in 
laboratory animals12'17, but extrapolating from animal models to 
humans with ST has not led to certain conclusions.5-18 In the 
few available postmortem studies, it was not possible to identify 
cerebral lesions.19"21 Work based on paraclinical examinations 
has similarly provided only limited proof of the organic origin 
of ST; a hypothesis which stated that the disorder could arise 
from abnormal labyrinthine function22 was not confirmed.23 

The best-documented contemporary organic approach 
describes the genesis of ST as "a perturbation in the extrapyra­
midal system."2 Two sets of data support this hypothesis24: 
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symptomatic ST noted in conditions such as encephalitis lethar-
gica which affects the basal ganglia and iatrogenic ST caused by 
long-term neuroleptic treatment25-26 and to a lesser degree by 
levodopa.27-28 

In turn, the extrapyramidal model of ST has sparked a con­
troversy which is no longer etiological but nosological. 
Torticollis frequently appears in the autosomal dominant form 
of torsion dystonia. Eldridge studied 44 such patients and 
recorded that 51% suffered from torticollis.29 In 20% of these 
cases torticollis was the initial sign. Some researchers insist that 
basic types of slowly evolving oligosymptomatic torsion dysto­
nia spasms do exist.30 Others reported that ST sometimes devel­
oped as an extension of dystonia.30-31 Marsden and Harrison 
have described sporadic, late-developing torsion spasms with a 
favourable prognosis; however in these adult forms they did not 
include isolated cases of ST.3233 

Such a combination of conflicting data tends to diminish the 
distinction between ST and dystonia musculorum deformans. 
Opposing views have generated the lively controversy we know 
today and we wonder as Couch stated whether "ST is a form 
fruste of DMD or an independent entity."34 Herz and Glazer35, 
Eldridge29, Marsden2436 and Fahn37 all agree with Lee38 that 
"ST is the most common form of idopathic torsion dystonia." 
Others have refused to confuse working hypotheses with factual 
postulates and, on the basis of clinical practice, have made a 
clear distinction between the two syndromes.5-30 Some workers 
go beyond merely emphasizing the ST/DMD distinction: they 
argue that the absence of dystonic signs elsewhere in the body 
should be included in the very definition of ST.39-40 

In the present paper, our goal was to compare our findings 
with previously published studies.3-6-31-41 It is difficult to study 
large series because we are dealing with a relatively rare disor­
der whose prevalence and incidence are unknown.42 

MATERIAL AND METHODS 

During the period between 1972 and 1986, 220 patients were 
examined, followed and treated as cases of isolated and idio­
pathic spasmodic torticollis as previously defined.3-31 Cases of 
ST associated with abnormal cervical, spinal or muscular anatomy 
were excluded. Also excluded were cases of ST in generalized 
torsion dystonia or associated with tardive dyskinesia. 

In this retrospective study, each of the 220 cases was docu­
mented by a questionnaire specifically developed for the study 
and completed by two of the authors (P.R., M.P.M.). The infor­
mation was obtained by checking the hospital records on all 
patients. When some details were unclear or lacking, more pre­
cise information was obtained as often as possible during a fol­
low-up contact. Twenty-one patients were excluded because of 
insufficient information. 

Besides a demographic information section, the question­
naire included detailed questions regarding features of onset, 
clinical characteristics, antecedents, social consequences, course 
of the disease and treatments. Data concerning clinical course 
was categorized under three chronological headings: the date of 
onset and the dates of the first and last consultations. A chrono­
logical natural history was not feasible. Electromyographic data 
was considered to be outside the scope of this study. 

RESULTS 

Sex Ratio and Age of Onset (Table 1, Figure 1) 

In this series, men and women are not equally affected: 76 
(32.8%) of our 199 patients were male and 123 (62%) were 
female; the ratio was 1.0 to 1.6. Thus, the female preponderance 
in this material is significant (p < 0.05). Figure 1 shows the age 
at onset of ST in 195 subjects, with the mean age at 42 years. 

The results collected by different researchers in the areas of 
sex ratio are conflicting: a greater frequency in men than in 
women2-31, a sex-ratio ]. ]40,43,44 a n ( j a female preponder­
ance.23-41-45-65 Recently, Duane46 found that females outnum­
bered males 1.6: 1.0, a ratio identical to our own. 

The possible female preponderance of ST sufferers, the fluc­
tuations in intensity noted in dystonia and the recently recog­
nized role of estrogens in dyskinetic disorders47-48 bring into 
focus the same questions about the monthly modulations of dys­
tonia in female ST as exist for Parkinson's disease.49 

The average age at onset in all studies is remarkable identi­
cal: Hamby and Schiffer50 set the median at 40 years, Rondot5 

in a previous series, placed the average between 41 and 45 
years. Tsui51 notes an onset mean of 41.9 years, Jayne52 41.7 
years, Cockburn53 39.7 years. 

Hand Preference (Table 1) 

Eighty-nine percent of the patients studied were right-hand­
ed: 7% were ambidextrous and 4% were left-handed, the 11 % of 
non right-handedness corresponding to the frequency expected 
in comparison with the general population. 

Extrapyramidal Antecedents (Table 1) 

38.5% of patients noted extrapyramidal symptoms before the 
onset of ST. The most frequent was postural tremor (21%). 
Twelve patients (6.5%) who at first had writer's cramp, later 
developed ST. ST occurred in conjunction with blepharospasm 
in 3 patients. The association of ST and Parkinson's disease 
appeared in one patient. 

Amongst the 151 patients systematically questioned about 
extrapyramidal disorder in their first degree relatives (parents, 
sibling or children), none reported symptomatology resembling 
blepharospasm or torsion dystonia amongst family members. 
Thirty-nine (25.8%) noted the occurrence of other extrapyramidal 
features in the family, postural tremor in 21 cases and ST in 7. 

AGE AT ONSET OF ST 

26- 34- 42- 50-

Age at onset (years) 

Figure I 
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Marsden36 reported on the development of 5 cases of torti­
collis and 1 case of retrocollis within a group of 14 patients with 
dystonic writer's cramp. The rare association of Parkinson's dis­
ease with ST had already been described by Hernesniemi54 and 
others.5'23. The most important finding is the 21.1% frequency 
rate of ST in association with benign idiopathic of familial 
tremor. The earlier literature contains conflicting data concern­
ing this association. Meares55 found it in one of 36 patients, 
Cooper56 in 25% of cases. Couch34 recorded 26 cases of tremor 
in 30 ST patients. The association of postural tremor with tor-

Table 1. Distribution of the Principal Characteristics in 199 
Cases of ST 

SEX 

men : 38.2% 
women : 61.8% 

ANTECEDENTS 
Extrapyramidal personal 38.4% 
Tremor 
Blepharospasm 
Writer's cramp 
Parkinson's disease 
Tics 

Thyroid disorder 2% 

21.1% 
1.6% 
6.5% 
0.5% 
8.7% 

MANUAL PREFERENCE 

right-handed 
left-handed 
ambidextrous 

familial 25.8% 
14.6% 

-
1.3% 
3.3% 
2% 

ST 4.6% 
Torsion dystonia 

Psychopathological personal 

minor 33% 
major 25% 

SOCIAL CONSEQUENCES 

Mild : 43% 

Onset Mode of ST 

Sudden 
Rapid progression 
Slow progression 

Moderate 

11% 
36% 
47% 

: 89% 
: 4% 
: 7% 

Psychosomatic 19% 

40% Severe 

Two stages 
Onset pain 
Initial head tremor 

Factors Concomitant With ST Onset 

Cranian traumatism 
Infection 

5% 
1% 

Neuroleptics administration 5% 
Emotional shock 

Clinical Types 

Simple torticollis 
Laterotorticollis 
Torticollis-Retrocollis 
Torticollis-laterocollis-
Retrocollis 

Work related events 
Others 
Several Factors 

29.1% 

36.6% 
21.9% 
17.5% 

15.8% 

Laterocollis 
Latero-retrocollis 
Retrocollis 

:16% 

6% 
58% 
30% 

9.5% 
5.3% 
6.3% 

3.8% 
3.3% 
1.1% 

Supine Position or Head-Supported Position 

Improved : 48% Worsened : 28% No effect: 24% 

Correcting Counter-Movement 78% 

Writing Difficulties and/or Impaired Dexterity 48% 

sion dystonia has been widely recognized.32'57'58'59 Elsewhere, 
the existence of several patients (4.6%) with familial ST must 
be emphasized. Isolated observations of familial ST have 
already been recorded by Thompson60, Van Bogaert61, Gilbert62 

and others.3'6.'0'25'30 

Psychopathological and Psychosomatic Antecedents 
(Table 1) 

The evaluation of psychological antecedents was based pri­
marily on information provided by the patients themselves and, 
secondarily, on observations of the clinician. The presence or 
absence of previous psychological disorders and their character 
- moderate or severe - were the main data taken into account. 

Moderate disorders consisted mainly of anxiety and were 
almost exclusively character traits rather than anxiety states as 
proposed by Spielberger.63 Also included amongst moderate dis­
orders were cyclothymia, dysthymia, somatoform disorders and 
the most obvious personality disorders when they led to inter­
personal problems. Major antecedents included schizophrenia 
and other psychotic conditions, bipolar disorders, major depres­
sions and any disorder leading to psychiatric hospitalization. 
Antecedent psychological disorders were noted in 58% of our 
cases, 33% were moderate, 25% major. The extreme sensitivity 
of ST to mental stress was repeatedly emphasized by almost all 
patients (94%). The same was true for social stress in most cases 
although 13 patients felt that social activity distracted them from 
their disorder providing temporary relief. These observations on 
psychologic disorders associated with ST cannot readily be cor­
related with previous reports in the literature which are generally 
conflicting and non-informative on this topic. Several 
authors6468 have attributed various symbolic meanings to ST 
and have viewed the twisting neck as a defence mechanism 
against psychological conflicts. 

No conclusion can be drawn from these earlier psychoanalyt­
ic theories which lack objectivity and are based on few exam­
ples. More recent studies with apparently sounder experimental 
bases are in conflict. Paterson69 found 80% of his patients to 
have abnormal personali t ies , Herz and Glaser3 5 6 3 % . 
Podivinsky2 describes an abnormal personality profile in, at 
least, 50% of cases. Meares55 and Tibbets6 suggested that an 
underlying psychiatric illness might exist in patients with ST 
while Cockburn53, Choppy-Jacolin et al70, Jahanshahi and 
Marsden71 and Naber et al72 found no significant differences 
between dystonic patients and control groups. Our own results 
in this field must be interpreted cautiously because the retro­
spective nature of the study did not allow comparison with 
observations on matched controls. However, if we consider the 
type of disorders within the group having psychological 
antecedents, the high incidence of anxiety (anxious disorders as 
well as anxious-fearful personalities) in contrast to the rarity of 
affective or somatoform antecedents is worth noting. In 19% of 
cases, diseases often considered to have a psychosomatic com­
ponent (asthma, peptic ulcer, hemorrhagic rectocolitis, certain 
dermatoses, tension headache, palpitations) were found to have 
been present previously or concomitant with ST. Antecedent 
thyroid disorders were rare; an association appeared in only 4 
cases. Our results agree with those of Matthew's23 and conflict 
with Gilbert73 and Duane46 who found an association between 
thyroid disorders and ST. 
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Social Consequences (Table 1) 

Social consequences of dystonia were analyzed in a four-tier 
classification: absent, mild (subjective feeling of discomfort in 
social conditions without objective consequences on social life), 
moderate (subjective feeling of discomfort leading to a modifi­
cation of the qualitative aspects of social life but without lessen­
ing of the occupational level), severe (both qualitative and quan­
titative modification of the occupational level with resulting 
impairment of social life). The evaluation, resulting from a com­
parison between the patient's own appreciation and the physi­
cian's estimate of the subject's social life detected social conse­
quences in 99% of cases. They were considered mild in 40%, 
moderate in 42%, and severe in 17%. For the same grade of 
severity, there was a wide difference in perception of social con­
sequences amongst different subjects. Amongst 3rd grade 
patients (59% of the total), 43% considered social consequences 
of their disorder mild, 40% moderate, 16% severe. In 2nd grade 
patients, social consequences were declared mild by 55%, mod­
erate by 41%, severe by 8%. Thus the previous assertion of ST 
being a socially crippling disorder36 does not seem to be con­
firmed by the present study. In 83% of subjects, social conse­
quences did not exceed moderate severity. Furthermore, the 
appreciation of social consequences is highly subjective and 
reflects the individual variations in the relationship between the 
disorder and the personality dealing with it. 

Onset Mode and Severity (Tables 1, 2) 

The mode of onset was sudden in 11% of patients and pro­
gressive in 83%. The onset in 11 patients (6%) was in 2 stages, 
sometimes many years apart. This onset in 2 stages may corre­
spond to spontaneous or non-spontaneous remissions described 
by several authors.74,75,52,41 Lowenstein and Aminoff76 followed 
24 patients with ST, 3 (13%) underwent complete or almost 
complete remission at a median of 3 years into the illness while 
8 (33%) had partial remissions. More recently, Johanshahi et 
al77, studying 72 patients, found that 15 (20.8%) had experi­
enced a spontaneous remission of their ST, sustained for a median 
period of 3 years in 9 cases (12.5%). 

In 58% of our cases, ST onset was accompanied by pains in 
the neck, sometimes extending into the shoulders and back 

Table 2: The Severity of Spasmodic Torticollis at the First 
Consultation 

Grade 1 : Intermittent lateral movements within 
the normal range of neck movements 2% 

Grade 2: Intermittent lateral movements interrupted 
by short tonic deviations which allow 
voluntary movement 22% 

Grade 3: Permanent tonic deviation of the neck which 
can be momentarily corrected at will 59% 

Grade 4: Permanent tonic deviation that cannot be 
corrected by voluntary movements but can 
be restrained by a countermovement 12% 

Grade 5: Permanent deviation unrestrainable by either 
voluntary movements or correcting counter-
movements 10% 
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(5%). In approximately one-third of patients (34%), initial head 
tremor was recorded. A similar incidence of head tremor has 
already been reported by Barre" in 1929. These are not clonic 
movements but rather postural tremors, often of a negative type. 
Head twisting lessens or abolishes the tremor.5 Thus, ST may 
appear initially as a palliative attempt to calm the tremor. 

From the first consultation, ST severity was assessed by a 5 
stage clinical measurement as defined by Rondot.78 The majority 
of patients (59%) were as stage 3. There was no significant cor­
relation between the initial gravity of ST and personal (or famil­
ial) extrapyramidal antecedents. 

Factors Concomitant With Onset (Table 1) 

A majority of patients (61%) suggested different events 
which they held responsible for the onset of ST. These factors 
ranked according to frequency were: emotional shock relating to 
a family incident (marital disputes, separation, divorce, conflicts 
with children, births, deaths) or medical problems (pregnancies, 
hysterectomies), professional upsets (layoffs, unemployment, 
transfers, financial worries, exam failures), motor vehicle acci­
dents resulting in head trauma, a neuroleptic prescription (even 
in moderate doses), a febrile illness (viral or bacterial infection). 
Eleven patients mentioned other situations, particularly stereo­
typed, repetitive and unidirectional work gestures recalling the 
"occupational torticollis" already mentioned.5'69 In the case of 
13 patients, several situations were combined. 

The small group of subjects to whom neuroleptics had been 
administered prior to the onset of ST is considered separately. 
With respect to their characteristics no difference from other ST 
cases was detected; the similarity between extrapyramidal syn­
dromes induced by antipsychotic medication and abnormal 
spontaneous onset of movements has already been empha­
sized.79 Some authors80-81 contend that amongst patients with 
neuroleptic-induced ST, chronic and acute cases differ, the first 
group corresponding to tardive dyskinesias. The favourable 
effects of anticholinergics on both ST groups82 and their ineffec­
tiveness in neuroleptic tardive dyskinesia lead us to question the 
validity of this separation. 

The most puzzling point is the high rate of self-reported 
stress factors before the onset of the movement disorder and the 
frequency with which patients establish a causal relationship. A 
review of the contemporary literature leaves the reader con­
fused. Choppy-Jacolin et al70 and Matthews et al23 documented 
stressful life-events and speculated that they precipitated the 
onset of ST. Jahanshahi and Marsden71 compared 100 ST 
patients and a control group of 49 patients with cervical spondy­
losis with regard to different features, particularly events pre­
ceding onset of their complaint; they found no significant differ­
ences between the two groups. A majority (64%) of patients in 
the ST group, a proportion similar to that of the present sample, 
reported various events prior to the onset of their disorder. The 
corresponding proportion in cervical spondylosis group was 
45%. More specifically, the identical proportion of physical 
events (26%) in the two groups refuted the specificity of their 
role in the onset of ST. In a more recent study83 a role of trauma 
was proposed for the development of dystonic states at least in a 
genetically predisposed population. Previously, Korein et al84 

used the same issue without drawing conclusions. 
Finally, interesting findings could be observed but, for the 

moment, the high rate of stress factors concomitant with onset 
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can only be mentioned without interpretation. The variable 
impact of the same incident on different individuals requires rig­
orous, reliable and well documented life-event methodology and 
entails a need for multi-directional evaluation that consider indi­
vidual sensitivities by several observers.85 

Clinical Types, Countermovement, Role of Headsupport, 
Lying and Sleeping (Table 1) 

Torticollis itself was present in 91.8% of cases, either isolated 
(36.6%) or, more often, associated with laterocollis and, or 
retrocollis (52.2%). The lateral turning or leaning of the head 
was reported to the right side as often as the left, independent of 
handedness. Some researchers86 cite predominantly left turning 
without proving statistical significance. 

Whatever the clinical type, the rate of compensating counter-
movement is high (78%). The movements accompanying ST 
(geste paradoxal) occurred in 22% of our cases and was particu­
larly frequent in the clinical association of torticollis, laterocol­
lis and retrocollis; Stejskal87 had previously noticed that it was 
more frequent when the head tilted rather than twisted. 

The result of reclining or headsupport was described by 120 
patients: 48% improved in a reclining position; 28% worsened. 
Of the 63 patients for whom information about sleep was avail­
able, 4 cases (5%) revealed the persistence of abnormal move­
ments while sleeping. Several studies, indeed, report that at least 
the clinical symptoms of ST disappear during sleep.5'78 But, in 
1980, EMG trials revealed that the 13 subjects in the ST group 
recorded the same cervical muscle activity during sleep as in the 
waking state while in the 13 control group cases, almost no 
activity during sleep was recorded.5 Forgach et al88 confirmed 
these preliminary data. 

Writing Difficulties and/or Impaired Dexterity (Table 1) 

Almost half (48%) of the ST patients complained of various 
degrees of difficulty in writing or impaired dexterity. Though 
we could not use objective evidence by dystonic scores34, these 
findings probably confirm the observation of numerous 
researchers2'3'31'34'35 that ST dystonia is not limited to the cervi­
cal region. 

Clinical Course and Prognostic Indicators (Table 3) 

Although the duration of care varied greatly between sub­
jects, it was long enough to allow classification of the course of 
ST in 167 patients in 5 grades. Table 3 outlines certain prognos­
tic trends; the variables indicated did not, however, constitute 
reliable prognostic indicators because these differences were not 
significant enough to reach the 0.05 threshold. More particular­
ly, neither the subject's ages, nor the duration of ST appeared to 
influence the prognosis of the disorder. 

Other researchers77 presented the natural history of 72 
patients with adult onset torticollis followed for a mean of 7.7 
years; they found that the 15 cases with spontaneous remission 
tended to have an earlier age of onset compared with those with­
out remission. Age at onset was the only salient variable in the 
discrimination of patients with and without spontaneous remis­
sion. However, because of the high classification error rate 
(35%), this variable was not considered a reliable prognostic 
indicator for future samples of ST patients. 

DISCUSSION 

Psychological Factors Affecting ST 

The results of new studies are regularly challenged by con­
tradictory reproaches: either they add no new material to current 
knowledge of the condition being studied or they depart from 
generally accepted concepts. 

In the present study, any suggestion that the rehabilitation of 
psychological factors is involved in ST is open to scathing criti­
cism. Contemporary thought, neurological as well as psychiatric, 
considers the matter more in an historical fashion, now outdat­
ed, than as a serious topic. How then could the most recent 
works on the subject contradict the established postulate of a 
"somatic origin" of ST? Indeed they do not. 

Two main models disqualify any attempt at a psychological 
approach. The first states that ST is such a socially crippling and 
disabling condition that people are necessarily stressed, 
depressed or in some cases could even modify their personality 

Table 3: Outcome Accord 
Characters 

Subject Total 

Sex 
Men 
Women 

0* 

10.2 

7.8 
11.6 

"9 to Subject and Disorder's 

1* 

8.4 

9.4 
7.8 

Extrapyramidal Family Antecedents 
Absent 11.1 7.9 
Present 7.3 9.8 

Extrapyramidal Personal Antecedents 
Absent 8.3 8.3 
Present 13.8 8.5 

Psychopathological S 
Absent 
Minor 
Major 

gns 
12.3 
3.4 

16.3 

7.7 
6.8 

11.6 

Factors Concomitant with ST Onset 
Absent 8.5 13.6 
Present 11.1 5.6 

Onset Mode 
Sudden 
Rapid progression 
Slow progression 
Two-stage 

ST Grades 
Grade 1 and 2 
Grade 3 
Grade 4 and 5 

Retrocollis 
Absent 
Present 

7.1 
8.6 
7.9 

30.0 

5.4 
10.6 
14.7 

10.0 
10.5 

*0 No improvement 
2 Partial improvement 
4 Clinical cure 

1 
3 

0.0 
10.3 
7.9 
0.0 

2.7 
6.4 

17.6 

9.0 
8.8 

2* 

37.1 

39.1 
35.9 

35.7 
41.5 

33.9 
43.1 

33.8 
39.0 
39.5 

30.5 
40.7 

42.9 
32.8 
42.9 
30.0 

51.3 
36.2 
23.5 

30.0 
45.6 

3" 

29.3 

31.2 
28.2 

30.2 
26.8 

33.9 
20.7 

27.7 
37.3 
20.9 

28.8 
29.6 

50.0 
29.3 
31.8 
20.0 

18.9 
30.8 
38.2 

34.0 
22.8 

Doubtful improvement 
Major improvement 

Main 

4* 

15.0 

12.5 
16.5 

15.1 
14.6 

15.6 
13.8 

18.5 
13.6 
11.6 

18.6 
13.0 

0.0 
19.0 
9.5 

20.0 

18.9 
15.0 
3.0 

17.0 
12.3 
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traits. Ascertaining the significance of psychological factors 
under such stressful conditions becomes difficult or impossible. 
Usually what is observed is considered "consequences" and not 
"causes." The second model is supported by an implicit dualistic 
position in the tradition of parallelists like Leibniz whose dual­
ism could not admit any causal relation between matter and spir­
it.89 The proposition regarding the aetiology of ST then 
becomes an alternative that either ST is of psychogenic origin or 
the movement disorder is of organic origin. The two proposi­
tions are inconsistent, each term of the binomial excluding the 
other. 

The results of the present study do not confirm the first hypo­
thetical model. Most patients considered that their social and 
occupational life was not modified even if in their inner feelings 
they were uncomfortable. The gap between subjective and 
objective fields is often found in ST, the differences playing in 
the two directions. In social life, subjective feelings are worse 
than objective consequences but in the controlled trial of 
botulinum toxin injections by Gelb et al, some patients showing 
objective deterioration nonetheless reported subjective improve­
ment.90 

By contrast with the findings of Duane46, we did not find 
more evidence of frequent depression in response to the disor­
der. Patients knew that the dystonic movement would not spread 
and that their life was not threatened. Two negative features 
confirm that depression probably is no more than a mere epiphe-
nomenon in ST: antidepressant treatments currently in use have 
not proved effective and the suicide ratio is low amongst this 
group (1/199 in this series as an acting-out during a panic-
attack). 

Let us now further examine the second model. Its philosophi­
cal connotation is surprising in medicine so far as "a division of 
intellectual labor has arisen in the West which accords to 'scien­
tists' the task of establishing particular truths and to 'philoso­
phers' the role of making from those truths a coherent world."89 

But there is no antagonism between the two pursuits and that 
would not matter if the system chosen was not precisely the one 
denying the interaction of mind and body. If the modern neuro­
logical schools must be dualists, more fruitful work could be 
done if one referred to the common cartesian form of dualism, 
the one exemplified by the great modern neurophysiologist Sir 
John Eccles who accorded "spatial patterning" to the mind. 

Finally we think that several psychological aspects surround­
ing ST could be underestimated and amongst them two observa­
tions deserve emphasis: 

1. our empirical view based on a large population is that a 
strong link seems to exist between ST and anxiety. The word 
anxiety is used here in its most comprehensive meaning, includ­
ing not only anxiety syndromes but also personality traits and 
disorders, corresponding for the latter to the cluster "anxious-
fearful" of the DSM III R.91 It would be an important step to 
confirm or refute such a clinical appreciation by a rigourous 
study. 

2. DSM III R91 proposed diagnostic criteria for a new cate­
gory corresponding to disorders that in the past had been 
referred to as "psychosomatic" or "psychophysiological." It 
must be underlined that ST fulfills the 3 criteria of this category 
entitled "Physical condition affected by psychological factors": 
a) "Psychologically meaningful environmental stimuli are tem­
porally related to the initiation or exacerbation of a specific 

physical condition or disorder." A temporal relationship is nearly 
always found between the onset of ST and psychosocial or 
physical events considered by the subjects to be psychologically 
meaningful. The extreme sensitivity of the disorder to social and 
mental stress also suggests that psychological factors could be 
contributory, b) "The physical condition involves either demon­
strable organic pathology or a known pathophysiologic pro­
cess." Paradoxically, with regard to the supporters of an exclu­
sive organic origin to ST, criterion B is not yet unequivocally 
fulfilled. Clear pathoanatomical and/or biochemical findings or 
pathophysiologic understanding of the process are indeed still 
lacking, c) "The condition does not meet the criteria for a 
somatoform disorder." Criterion C was satisfied in every case of 
the present data. Though a conversion of factitious disorder 
could take the form of ST, it seems particularly infrequent. A 
study collecting data on 1,185 patients seen by the Dystonia 
Clinical Research Centre reported 21 patients having somato­
form dystonia.92 

In concluding this delicate controversy, we would like to 
ensure that no reader understand that we propose a psychogenic 
cause to ST. We merely think that mind is part of the body. If the 
alteration of a defined chain of physiological events in the CNS 
can lead to a single clinical picture, it does not mean that a sin­
gle factor is responsible or, if multiple, that all of them are 
"organic" in the crude sense of the term. In the case of ST, the 
onset of the disorder can already be traced to different factors 
such as a neurological disorder (epidemic encephalitis), bio­
chemical disturbances (neuroleptic treatments), or genetic pre­
disposition. Who has proven that other circumstances such as 
personality types, stress reactions, anxiety disorders, hormonal 
environment, or biological clocks, are not equally involved, in 
isolation or in association, in the origin of the disease? 

Therapeutic Outlook (Table 4) 

The results of different treatments presented in this study can 
certainly be criticized so far as the approach was neither double-
blind nor controlled. However, the large number of cases stud­
ied provide epidemiological data. In addition, the benefits 
demonstrated for a drug regime in the carefully and supervised 
setting of a clinical trial cannot necessarily be assumed to be 
maintained under the less regimented circumstances of everyday 
clinical practice. 

In condensing the results from 42 therapeutic trials concern­
ing 148 patients followed between 1937 and 1978, Lai42 denoted 
64 patients (42.24%) who benefitted from medical treatment. In 
our series, if treatment proved to be ineffective in 18.6% of the 
199 patients, 37.1% had partial improvement and 43.3% found 
major benefits. 

Ninety-eight per cent of the patients were given medication, 
usually anticholinergic drugs. The anticholinergics used orally 
were: procyclidin, 15-20 mg/d, trihexyphenidyl, 10-15 mg/d or 
benztropin, 8-10 mg/d; 85% received simultaneous physiotherapy 
and 78.2% underwent alcohol injections into motor points of the 
most affected muscles. 

The effect of anticholinergics in previous studies has met 
with varying appraisals; however, most researchers recognize 
their effectiveness: negligible effects were noted in the small 
trial carried out by Patterson and Little3; improvement was 
recorded by Rondot et al5, Lai et al93, Tanner et al94, and Stahl 
and Berger.95 These results approached those found in cases of 
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adult dystonia: intravenous injections gave Lang et al96 no 
results but Fahn97 found high dosage oral treatment to be effec­
tive. 

When the results of the medical treatment were unsatisfacto­
ry, alcohol was injected into muscles which had been deter­
mined by EMG to be responsible for the ST.5 One or two series 
of ten injections were deemed necessary. This type of infiltra­
tion does not induce pharyngeal paralysis but is less effective 
than infiltrations with botulinum toxin and is sometimes painful 

for several days. Therefore, the patients still affected were later 
treated by local injections of botulinum A toxin.909899 

Eighty-five per cent of the patients received physiotherapy. 
Therapy began with passive manual techniques. Once the cervi­
cal rachis has regained some of its responsiveness, treatment is 
continued with active cervical exercises in hospital or at home, 
under the guidance of a physiotherapist. Motor-activating elec­
trical current is used to provide stimulation, and muscular feed­
back also plays a role in rehabilitation. 

Table 4: Outcome According to Diverse Treatments 

Medical treatment 
Monotherapies ** 
Bitherapies ** 
Tritherapies ** 
Physiotherapy 
Alcohol injections 

98% 
26% 
46% 
26% 
85% 
78% 

Percentage distribution of the 5 lines of development according to the different types of therapeutics 

N O * 1* 2* 3* 4* 

Monotherapy ** 
Bitherapy ** 
Tritherapy ** 

Physiotherapy 
No 
Yes 

Alcohol injections 
No 
Yes 

Rhizotomies 

Stereotaxis 

Monotherapy ** 
Alone 
+physical therapy 
+alcoh. injections 
+phys. th. + alcoh inj. 

Bitherapy ** 
Alone 
•••physical therapy 
+alcoh. injections 
+phys. th'. + alcoh. inj. 

Tritherapy ** -
Alone 
••-physical therapy 
+alcoh. injections 
+phys. th. + alcoh. inj. 

Monotherapies ** 
Anticholinergeics 
Benzodiazepines 

Bitherapies ** 
Antichol. + Benzodiaz 
Antichol. + Dantrolene 
Antichol. + Propanolol 
Tetrazepam + other BZD 

21.6 
5.2 
8.5 

28.6 
6.9 

30.6 
4.6 

0.0 

12.5 

75.0 
33.3 
0.0 
6.2 

25.0 
12.5 
0.0 
1.8 

25.0 
33.3 
33.3 
0.0 

1 
22.7 
20.0 

11.1 
0.0 
0.0 
0.0 

8.1 
5.2 

14.9 

4.7 
9.0 

5.5 
9.3 

33.3 

25.0 

0.0 
0.0 
0.0 

18.8 

0.0 
0.0 

25.0 
3.7 

0.0 
33.3 

0.0 
13.3 

2 
0.0 

20.0 

5.5 
0.0 
0.0 

20.0 

32.4 
36.4 
40.4 

28.6 
38.9 

25.0 
41.1 

66.6 

25.0 

0.0 
22.2 
50.0 
50.0 

50.0 
37.5 
25.0 
38.9 

0.0 
16.7 
66.7 
50.0 

3 
40.9 
26.7 

25.0 
37.5 
60.0 
60.0 

24.3 
35.0 
27.7 

28.6 
29.2 

30.6 
27.9 

0.0 

25.0 

25.0 
33.3 
50.0 
12.5 

25.0 
37.5 
25.0 
35.2 

50.0 
16.7 
0.0 

26.7 

4 
22.7 
20.0 

41.7 
62.5 
20.0 
20.0 

33.5 
18.2 
8.5 

9.5 
16.0 

8.3 
17.1 

0.0 

12.5 

0.0 
11.1 
0.0 

12.5 

0.0 
12.5 
25.0 
20.4 

25.0 
0.0 
0.0 

10.0 

5 
13.6 
13.3 

16.7 
0.0 

20.0 
0.0 

"0 No improvement 
2 Partial improvement 
4 Clinical cure 

** Drugs therapy 

1 Doubtful improvement 
3 Major improvement 
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CONCLUSION 

Kinnier Wilson described ST as a "mere symptom." 
However so many other factors are involved - the circum­
stances of its onset, its accompanying signs and the psychologi­
cal profile of ST suffers - that we cannot consider it merely a 
symptom. 

Are we dealing with a localized type of torsion dystonia? We 
might answer affirmatively if we refer to postural anomalies at 
the cervical level recorded in cases of generalized dystonia. But 
care must be taken not to consider it a "forme-fruste" of torsion 
dystonia. The age of onset for these two disorders is quite differ­
ent. None of the antecedents reveal torsion dystonia. 

Finally the question emerges whether we can clearly repudi­
ate psychogenic mechanisms in the pathophysiology of ST. In 
our opinion, such a dismissal would be overly simplistic; we do 
not wish to go as far as Brissaud with his "mental torticollis" but 
we would like to emphasize that in the complex of factors lead­
ing to ST, psychological aspects do indeed play a role. 
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