Case Report

Middle Cerebral Artery Occlusion Presenting as Upper
Limb Monochorea
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Background: Hemichorea is usually caused by a structural lesion in the contralateral
basal ganglia or subthalamic nuclei or it develops as a form of a neurologic compli-
cation including hyperglycemia. We report a rare case of a patient who developed
choreic movement in the right upper extremity associated with a contralateral mid-
dle cerebral artery (MCA) occlusion. Methods: A 76-year-old man presented with
chorea in the right upper limb, known as monochorea, which occurred after recovery
from losing consciousness while standing. He was found to have idiopathic ortho-
static hypotension. His diffusion-weighted magnetic resonance imaging did not
show signal changes indicative of acute ischemic lesions. A left carotid artery angio-
gram showed occlusion of the left MCA. '®I-N-isopropyl-4-iodoamphetamine
single-photon emission computed tomography of the brain showed marked hypo-
perfusion in the left MCA territory. His cerebrovascular reserve capacity determined
using acetazolamide was relatively decreased in this territory. This decrease in cere-
brovascular reserve capacity, however, did not require surgical treatment, such as
extracranial-intracranial bypass surgery. Results: The recurrence of chorea was not
observed after antiplatelet therapy and instruction on how to cope with orthostatic
hypotension. Conclusions: It is considered that transient hemodynamic ischemia in
the right basal ganglia—thalamocortical circuits because of the combination of MCA
occlusion and hypotension was the underlying cause of the monochorea in this pa-
tient.Vascular imaging studies for early identification of occlusion or severe stenosis
of cerebral major arteries should be carried out in patients acutely presenting with
chorea, even in the absence of other clinical signs. Key Words: Chorea—TIA—
middle cerebral artery occlusion—cerebral blood flow.
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Case Report

A 76-year-old man was brought to our hospital in an
ambulance and admitted to our department after losing
consciousness without seizures while standing during
work. Two minutes after he lost consciousness, he
completely regained consciousness, but he developed
an involuntary movement in his right arm. His blood
pressure obtained on arrival by the ambulance crew
was 120/72 mm Hg. The involuntary movement per-
sisted for 2 hours. Since the age of 56, he had experi-
enced syncope of unknown cause 6 times. He had no
family history of movement disorders. He had been
diagnosed as having hypertension by his primary care
physician, and antihypertensive medications had been
administered for 1 year, which he stopped taking on
his own 5 months previously. He also had a long history
of tobacco smoking, which he quit 5 years previously.
Neurologic examination findings were unremarkable
except for the monochorea in his right upper limb.
His low-density lipoprotein cholesterol level was in
the range from 136 to 157 mg/dL (normal range
70-139 mg/dL). No antinuclear antibodies, lupus anti-
coagulant activity, or anticardiolipin antibodies were
detected. No acute infarcts in the basal ganglia or fron-
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toparietal lobes were noted on his diffusion-weighted
magnetic resonance images (Fig 1, A,B) and apparent
diffusion coefficient map (data not shown). Two routine
electroencephalograms showed normal findings. His
supine blood pressure was 120/70 mm Hg and his
blood pressure within 3 minutes of standing was 75/
46 mm Hg, with no heart rate change. No M1 portion
of the left middle cerebral artery (MCA) was detected
in his 3-dimensional angiogram (Fig 1, C). There were
no abnormal net-like collateral vessels (moyamoya ves-
sels). Arterosclerotic changes were postulated to be a
cause of the left MCA occlusion on the basis of the pres-
ence of arteriosclerotic risk factors. The leptomeningeal
anastomosis through the left anterior cerebral artery
and posterior cerebral artery supplied the major part
of the left hemisphere (Fig 1, D). The cerebral blood
flow detected by '*’I-N-isopropyl-4-iodoamphetamine
single-photon emission computed tomography of the
brain was markedly decreased in the left MCA territory
(Fig 1, E). The reserve capacity measured using acet-
azolamide was relatively decreased compared with
the right MCA territory (Fig 1, F). His vascular reserve
capacity was recorded as more than 10%. He was
treated with clopidogrel (75 mg daily) and rosuvastatin
(2.5 mg daily). To avoid orthostatic hypotension, we

Post-acetazolamide

Figure 1. (A and B). Diffusion-weighted magnetic resonance images showing no high signal intensities in the basal ganglia or frontoparietal lobes. (C). Left
carotid 3-dimensional angiogram (3D) showing occlusion of left middle cerebral artery (MCA). (D) Left carotid 3D angiogram showing filling of some MCA
branches through the left anterior and posterior cerebral artery. (E) Basal perfusion on "*’I-N-isopropyl-4-iodoamphetamine single-photon emission computed
tomography images showing hypoperfusion in left hemisphere including basal ganglia. (F) After acetazolamide infusion, the cerebral vascular reserve capacity

was more than 10%.



MONOCHOREA DUE TO HEMODYNAMIC ISCHEMIA

recommended that he should wear elastic stockings and
avoid prolonged standing. At 6 months, he remained
symptom free.

Discussion

Several cases of hemichorea secondary to carotid occlu-
sive disease have been reported.'* Monochorea caused by
MCA occlusion is rare.”” This case was an unusual form
of transient ischemic attack, in which vascular occlusion
combined with hypotension resulted in severe focal
cerebral hypoperfusion, causing monochorea. Orthostatic
hypotension has long been recognized as a risk factor for
transient ischemic attack and stroke in the setting of
occlusive cerebrovascular disease.”” Chronic occlusion of
the left MCA remained asymptomatic in this patient
because of sufficient collateral flow to the MCA territory
to maintain normal neural function. Once acute hypo-
tension occurred in addition to this condition, collateral
reserve and cerebral autoregulation could not maintain a
sufficient cerebral blood flow. Early recognition of chorea
as a marker of possible cerebrovascular ischemia may
prevent subsequent ischemic events.
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