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Gilles de la Tourette Syndrome and Mania in an Adolescent
A. BLEICH, E. BERNOUT, A. APTER and S. TYANO

Summary: The case is presented of a twelve-year-old boy suffering simulta-
neously from Tourette Syndrome (TS) and a manic episode. The problems of this
unique clinical association are discussed from the point of view of differential
diagnosis, treatment, and possible biochemical basis. The case also illustrates the
usefulness of the expanded concept of TS as a neuropsychiatric disorder with dys-
regulation of perceptual, motor, and cognitive functioning.

Tourette syndrome (TS) is a severe and chronic
neuropsychiatric disorder, which usually begins in
childhood, and is of uncertain aetiology.

Since the condition was initially described in the
nineteenth century by Itard and George Gilles de la
Tourette, the accepted essential clinical features of
multiple motor and vocal tics remain the mainstay
of the diagnosis (Silver, 1980). Nevertheless, clini-
cal observations over the years have shown that
many of these patients have a large number of
associated psychological and behavioural symp-
toms and signs, such as attentional difficulties,
hyperactivity, obsessive thoughts and compulsive
rituals, learning difficulties, impulsive an anti-social
behaviour, inappropriate sexual activity, and sleep
disturbances (Cohen et al, 1980; Nee et al, 1980;
Shapiro et al, 1978; and Silver, 1980). Some of these
features (attentional difficulties, hyperactivity, ob-
sessive compulsive symptoms) may appear before
the tics develop, so that they cannot be regarded as
secondary phenomena (Cohen et al, 1980).

Thus TS may be conceptualised as a neuropsych-
iatric disorder with dys-regulation of cognitive,
perceptual and motor functioning. The tics merely
represent one aspect of it, possibly the least
disabling (Bliss, 1980; Cohen et al, 1980). There
have been attempts to explain the disorder in terms
of a psychotic illness, but these postulates have not
been substantiated by clinical evidence. Epidemio-
logical studies have not shown an increased preva-
lence of psychosis in TS patients, compared with
controls (Shapiro et al, 1978).

We present here a case of TS and mania
coexisting in an adolescent boy. Both these condi-
tions are difficult diagnostic problems for the
clinician when they occur in adolescence, especially
when they appear together.

Case report
L is a twelve-year-old boy in early puberty, of Jewish
extraction. He is the third of four children in a family of
low socio-economic status. There is no family history of
psychiatric or neurological disorders, and the nuclear
family itself is a warm and caring one.

Early psychomotor development was normal until the

age of three, when he was diagnosed as suffering from
‘minimal brain dysfunction’ with hyperactivity, atten-
tional difficulties, low tolerance to frustration, and
emotional lability. He was referred for special education,
but after one year was returned to the regular school
programme, where despite his average intelligence, he
showed poor academic performance.

At the age of eight, he began to suffer from obsessional
thoughts as expressed by ‘nonsense words’, which stuck in
his mind and which he could not get rid of, however much
he tried. He began to force his parents, especially the
mother, to perform compulsive rituals such as giving
standard answers to standard questions. When they did
not comply, he would lose control and go into a rage. At
the age of ten, he developed—in addition to the above
symptoms—facial and head tics, spreading to the upper
limbs, with concomitant deterioration of his behaviour
expressed by temper tantrums, uncontrollable spitting,
and use of obscene language.

At this stage, he was hospitalised in a children’s
psychiatric unit, where he was diagnosed as having
*‘conduct disorder secondary to nonspecific brain dysfunc-
tion”. During the following two years, his behaviour
problems became progressively worse, despite attempts
to treat him with psychotherapy, anticonvulsive drugs,
stimulant medication, tricyclic antidepressants, and var-
ious antipsychotic agents.

His rage attacks became so uncontrollable that he had
to be transferred to our locked unit, after which all
medication was withdrawn and the boy was observed for a
period of six weeks. During this time, he developed vocal
tics, which expressed themselves as animal-like sounds,
and also typical features of manic episode including
euphoric mood, his constant laughing, facetiousness and
singing of football songs turned to anger, with physical
violence, at the slightest provocation. He was hyper-
active, unable to sit still, continually provoked other
children and had marked difficulty of concentration. He
showed pressure of speech and flight of ideas, with
delusions of grandeur (*'I am the world’s greatest soccer
player, I am the world’s champion in chess, I am the
handsomest boy in the world...”). Physical, neurological,
electroencephalographic and computerised tomographic
examinations were all normal. In view of the patient’s
history and mental state, we arrived at the two separate
coexisting diagnoses, viz— of Tourette Syndrome and
affective disorder (manic type).

Due to the complexity of the clinical problem and in
order to avoid polypharmacy if at all possible, we decided
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to initiate treatment only for the Tourette Syndrome.
Therefore the patient was given Doparid (Tiapride), a
member of the substitute benzamide series that interacts
preferentially with dopamine DA, receptors (Buruma et
al, 1982; Dalery et al, 1980), up to 300 mg daily for 18 days,
without any significant beneficial effect. We then insti-
tuted a trial of clonidine, an alpha adrenergic agonist
which reduces noradrenergic activity (Cohen et al, 1979)
in doses of up to 0.25 mg a day for 24 days. This led to
reduction of the facial tics, but the vocal tics, manic
symptoms, temper tantrums, and the obsessional
thoughts did not improve at all. We subsequently switched
to haloperidol seven milligrammes daily. The patient’s
tics, which had reappeared in the washout period after
stopping the clonidine, disappeared completely; the
manic symptoms improved greatly, and the behaviour
problems improved, though they did not remit com-
pletely. The patient continued to suffer from obsessional
thoughts, but in a milder form than formerly.

Discussion

This case illustrates the complexity of the clinical
problems posed by Gilles de la Tourette syndrome,
but the enlarged concept of the disorder suggested
by Cohen et al (1980) and others enables the
clinician to make the most succinct definition of a
complex clinical picture, and thus to devise more
rational approaches to treatment.

In contrast to Tourette Syndrome, which is
relatively rare (incidence 0.1 to 0.5 per 1000, Silver,
1980), affective disorders are being increasingly
diagnosed in childhood and adolescence. It is now
estimated that 20 to 35% of bipolar illness begins
during or before adolescence (Loranger & Levine,
1978). The criteria for mania in childhood, such as
those of Weinberg & Brumback (1976) are: (i)
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euphoria (ii) irritability (iii) hyperactivity (iv)
pressure of speech (v) flight of ideas (vi) grandiosity
(vii) sleep disturbances and (viii) distractability.
These show considerable overlap with the symp-
toms of Tourette Syndrome as described earlier,
making the differential diagnosis of the case
presented here all the more difficult.

Itis possible to speculate on an overlapping of the
biochemical bases of these conditions. The catech-
olamine hypothesis of affective disorders states that
mania is a result of excessive noradrenergic activity
in the central nervous system. Clonidine is an alpha
adrenergic agonist which reduces CNS noradren-
ergic activity and has also been shown to be
effective in the treatment or TS (Cohen et al, 1979,
1980); thus, we may postulate that TS, like mania,
reflects excessive adrenergic activity in the brain.
This is supported by the similarity of the clinical
picture of both disorders, and by their coexistence
in one patient, as described above. A factor
militating against such a speculation, however, is
our patient’s relative lack of response to clonidine.

It should be noted, though, that he had received
prolonged stimulant medication therapy in the past,
which Cohen (1980) feels may interfere with the
success of later clonidine therapy in TS.

Indeed, the long-term effects of the many and
varied drug combinations which this boy had
received may well have contributed to the clinical
picture. Tourette syndrome itself may develop as a
complication of antipsychotic therapy (Klawans et
al, 1978); though this seems unlikely to have been
the case with our patient, since most of his clinical
features developed from an early age.

References

Buiss, J. (1980) Sensory experiences of Gilles de la Tourette syndrome. Archives of General Psychiatry, 37, 1343-1347.
BurumMa, O. J. S., Roos, R. A. C., BruyN, G. W., KEmp, B. & VaN DR VELDE, E. A. (1982) Tiapride in the treatment of tardive

dyskinesia, Acta Neurologica Scandinavica, 65, 38-44.

CoHEeN, D. J., YOUNG, J. G., NATHANSON, J. A. & SHAYwiTZ, A. B. (1979) Clonidinc in Tourette's syndrome. Lancet, ii, 551-553.
—— DETLOR, J., YOUNG, J. G. & SHAYWITZ, A. B. (1980) Clonidine amcliorates Gilles de la Tourette syndrome. Archives of General

Psychiatry, 37, 1350-1357.
DALERY, J. er al (1980) Interest du tiapride dans le trai

de tics de I'enf:

ct de I'adolescent. Comm. Congrs. Neuropsych. Reims,

78¢ Session,22-28 Juin.

Krawans, H. L., FaLk, O. K., Nausiepa, P. A., & WEINER, W. J. (1978) Gilles de la Tourette syndrome after long term chlorpromazine

therapy. Neurology, 28, 1064-1068.

LORANGER, A. W. & LEVINE, P. M. (1978) Age at onset of bipolar affective illness. Archives of General Psychiatry, 35, 1345-1348.
NEek, L. E., CaINE, E. D., PoLinsky, R. J., ELDRIGE, R. & EBert, M. H. (1980) Gilles de la Tourette syndrome: clinical and family study

of 50 cases. Annals of Neurology, 7, 41-49.

SHAPIRO, A. K., SHAPIRO, E. S., BRUNN, R. D. & SWEET, R. D. (1978) Gilles de la Tourette Syndrome New York: Raven.
SILVER, L. B. (1980) Gilles de la Tourette discase. In Comprehensive Textbook of Psychiatry, ed. H. 1. Kaplan, & A. M. Freedman, pp.

2573-2576 Baltimore: Williams & Wilkins.

WEINBERG, W. A. & BrRuMBACK, R. A. (1976) Mania in childhood, case studies and literature review. American Journal of Dis~ases of

Childhood, 130, 380-385.

*Avraham Bleich, Mp. Resident,
Edna Bernout, Mp. Resident,
Alan Apter, Mp. Senior Psychiatrist,

Sam Tyano, Mp. Professor, Sackler School of Medicine, University of Tel Aviv, and Director, Child and
Adolescent Department, Geha Psychiatric Hospital, 49100 Peta Tiqva, Israel

*Reprint requests.
(Received 11 July; revised 27 September 1983).

https://doi.org/10.1192/bjp.146.6.664 Published online by Cambridge University Press


https://doi.org/10.1192/bjp.146.6.664



