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Cervical Dystonia as a Probable Consequence of 
Focal Cerebral Lesion 

To the Editor: 
Cervical dystonia is a focal dystonia characterized clin- 

ically by painful spasmodic contractions of the neck mus- 
cles that result in an abnormal posture of the head. Usu- 
ally the origin of the disorder is unknown; however, sec- 
ondary forms of cervical dystonia have been described, 
mainly after trauma of the neck or induced by dopamine 
antagonists (1,2). Torticollis (rotation of the head) in com- 
bination with latero-, retro-, or anterocollis is the most 
common feature. Often these patients also have an asso- 
ciated tremor of the neck, head, or other body parts (3). 
The blood and radiological tests are normal in most pa- 
tients. Secondary cervical dystonia due to intracranial le- 
sions is very rare. We report a case of cervical dystonia 
probably caused by a lesion in the basal ganglia. 

A 63-year-old man was referred to our center in No- 
vember 1992 with torticollis to the right side. The symp- 
toms started gradually a few weeks earlier, without fever, 
nausea, vomiting, or any antecedents of head or neck 
trauma. Initially, the patient complained of pain in the 
neck area that subsided in the course of the following 
weeks. There were no changes in the clinical picture dur- 
ing walking or standing, and the rotation of the neck did 
not disappear during sleep. He had to lie down on the left 
lateral side to accommodate the rotation of the head. 
More or less simultaneously with the onset of the torticol- 
lis, his family observed the appearance of mild mastica- 
tory movements of the mouth. The patient had no ante- 
cedents of systemic disease and no other neurological 
symptoms before the onset of the torticollis. He had 
never taken neuroleptics or any other medication previ- 
ously, and there was no family history of movement dis- 
orders. On neurological examination, the patient pre- 
sented with a rotation of the neck to the right side with a 
tilt of the head to the left and spasmodic contracture of 

the left sternocleidomastoid muscle and of the right tra- 
pezius. His right shoulder was elevated. The active and 
passive rotation of the neck to the left side was limited to 
45". During examination, there were sporadic involuntary 
movements of the mouth, tongue, and chin muscles bi- 
laterally. Moreover, sporadic movements of the head 
with increased rotation to the right side and jerky hyper- 
extension of the neck were observed. The tendon reflexes 
were increased bilaterally, more pronounced on the left 
side with ankle clonus. The plantar reflex was in flexion 
bilaterally. The palmomental reflex was positive bilater- 
ally. The remainder of the neurological examination 
showed no abnormalities. There was no neuropsycholog- 
ical deficit demonstrated by formal testing. Serum ceru- 
loplasmin and copper levels were normal. Radiographs of 
the cervical spine showed diffuse degenerative changes 
from C3 to C7. Magnetic resonance imaging (MR1)of the 
cervical region was normal. Electromyography confirmed 
the spastic contracture of the left sternocleidomastoid 
muscle. Computed tomography (CT) scan of the brain 
revealed calcifications in the intracranial portion of the 
carotid arteries and a major low-density lesion in the right 
caudate and putamen nucleus involving the anterior part 
of the internal capsule with slight retraction of the right 
lateral ventricle compatible with brain infarction. An ad- 
ditional lacunar infarction was seen in the white matter in 
the left parietal region (Fig. 1) .  

Focal lesions in the CNS are known to cause dystonia. 
In the majority of the cases reported in the literature, the 
lesions are localized in the basal ganglia, mostly in the 
putamen and globus pallidus (4,s). In these cases, pa- 
tients usually suffered from dystonia involving the limbs 
of one side of the body (hemidystonia). In some patients, 
dysarthria and dysphagia have been described as well. 
The time interval between the insult of the CNS and the 
onset of dystonia varies from a few days to 36 months, 
but cases of delayed onset of dystonia years after the 
cerebral infarction have also been reported (6). Usually 
the dystonia is asymmetric at onset, with slow progres- 
sion to generalization over a period of months. The dys- 
tonia progressively deteriorates and remissions are ex- 
ceptional (4). In most cases of secondary dystonia, le- 
sions of the lenticular body or caudate have been found, 
but any basal ganglia structure or thalamus may be in- 
volved. The disruption of the striatopallidothalamic pro- 
jection to the premotor cortex and the brainstem has been 
suggested to underlie symptomatic dystonia. An in- 
crease of the brainstem interneuron excitability has been 
suggested, due to an abnormal input from the basal gan- 
glia (7-9). 

Usually, the cause of cervical dystonia (torticollis) is 
unknown, with a greater prevalence in women, occurring 
mainly between the fourth and fifth decade of life. In most 
idiopathic cases, the symptoms have an insidious pro- 
gression and diminish when the patient is in supine posi- 
tion (10,ll). Usually, imaging of the brain (CT scan and 
MRI) is normal. Isolated cervical dystonia due to a focal 
lesion in the CNS is very rare and has been described 
only in a few patients. In these reported cases, the lesions 
were localized in the caudate, putamen, and in one case in 
the left centrum semiovale (12-16). One case with bilat- 
eral putaminal lesions presented with retrocollis (hyper- 
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extension of the neck) (17). In our case, the onset of the 
dystonia was gradual, did not disappear during sleep, and 
was associated with involuntary movements in the 
faciooral region. Oromandibular muscles tend to function 
in a synchronous manner, due to the left-right proximity. 
Furthermore, the patient had corticospinal tract signs at 
the left, most probably related to the internal capsule in- 
volvement. The CT scan revealed atheromatotic calcifi- 
cations in the carotid arteries, a lacunar infarct in the 
white matter of the left parietal area, and a lesion in the 
right caudate and putamen nucleus compatible with in- 
farction. However, the temporal relationship between 
onset of brain damage and onset of symptomatology 
remains unknown. The patient had a rotation of the head 
ipsilateral to the central lesion, as a consequence of a 
marked contracture of the left sternocleidomastoid mus- 
cle. It is interesting that the hitherto described cases in 
the literature have the direction of turn to the side oppo- 
site to the lesion. It is probable that the cervical dystonia 
in our patient is a consequence of the cerebral vascular 
incident, i.e., in the basal ganglia. This is an additional 
case of symptomatic focal dystonia and confirms the im- 
portance of carrying out brain imaging studies in the pres- 
ence of atypical torticollis. 
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