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Non-ketotic Hyperglycaemic Hemichorea with
Unilateral Magnetic Resonance Imaging Putaminal Hyperintensity
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ABSTRACT Non-ketotic hyperglycaemic hemichorea is a rare syndrome characterized by a triad of hemichorea, hyperglycemia, and pecu-
liar imaging abnormalities. Regression of symptoms is typically associated with normalisation of serum glucose levels and plasma osmolal-
ity. An 85 year-old female was admitted to the neurology clinic with left-sided involuntary movements. Magnetic resonance imaging of brain
demonstrated hyperintensity on T1 weighted images. She was treated with clonazepam (12. 5 mg/ day) for symptomatic therapy. Hypergly-
caemia was controlled using a combined therapy with insulin aspart and insiilin glargine. The patient showed prompt improvement in her in-
voluntary movements in a day. Acute or subacute onset of unilateral involuntary movements should suggest non-ketotic hyperglycaemic
hemichorea, the recognition of which may result in prompt control of the symptoms by normalization of blood glucose.
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Hemichorea is a hyperkinetic movement disor- weeks. She had difficulty in her activities of daily liv-
der characterized by involuntary, rapid, random and ing. She had type 2 diabetes mellitus in her medical
irregular contractions of one side of the body.! history. There was no movement disorder in her fam-

Non-ketotic hyperglycaemic hemichorea (NHH) ily history.
is rare syndrome characterized by a triad of hemi- Physical examination was normal. Neurological
chorea, hyperglycaemia, and peculiar imaging ab- examination revealed chorea involving the left upper

normalities.> This syndrome has been reported more and lower extremities, was otherwise unremarkable.
frequently in elderly patients, mostly Asian women, Random serum glucose level was 326 mg/dl with no
who have type 2 diabetes mellitus.> Regression of  ketones either in the blood or urine. High glycated
symptoms is typically associated with normalisation haemoglobin (HbAlc) was 11.5%. The other labora-

of serum glucose levels and plasma osmolality. tory tests were normal.

We herein report a case of non-ketotic hyper- Magnetic resonance imaging (MRI) of brain
glycaemic hemichorea with unilateral putaminal hy- demonstrated right sided putaminal hyperintensity on
perintensity. T1 weighted images (Figure 1). Diffusion-weighted
I images and the apparent diffusion coefficient map

CASE REPORT were normal.
An 85 year-old female was admitted to the neurology 18 F-Fluorodeoxyglucose positron-emission

clinic with left-sided involuntary movements of upper ~ scan revealed right sided unilateral putaminal hy-
and lower extremities progressing over the past two pometabolism (Figure 2).
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FIGURE 1: Right sided putaminal hyperintensity on T1 weighted images.

FIGURE 2: Right sided unilateral putaminal hypometabolism on 18 F-
Fluorodeoxyglucose positron-emission scan.

Hyperglycaemia was controlled using a com-
bined therapy with a fast-acting insulin analogue (in-
sulin aspart) and long-acting insulin (glargine),
subcutaneously. The patient showed prompt im-
provement in her involuntary movements in a day.
Abnormal involuntary movements had totally disap-
peared 48 hours after the commencement of treat-
ment. It was observed that the patient did not have
any complaints at the 1-month follow-up.Control ra-
diological imaging was not performed due to lack of
complaints. Written consent was obtained from the
patient for publishing case report.

I DISCUSSION

In this case, the triad of NHH, acute hemichorea, and
the contralateral bright putamen (hyperintense on T1
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weight MRI) suggested a rare syndrome known as
NHH.*

NHH occurs predominantly in elderly women
mostly Asian.? The exact underlying psychophysiol-
ogy is still unclear. Some hypothesized mechanisms
include focal metabolism balance secondary to hy-
perglycaemia-induced hyperviscosity, increased sen-
sitivity of dopaminergic receptors, decreased
gamma-aminobutyricacid availability in the basal
ganglia secondary to non-ketotic state, microvascu-

lar ischaemic injury and resulting hypoxia.?

Hyperintensity on T1 images in contralateral
putamen is the typical brain MRI finding.**

NHH carries a good prognosis. Most of the lit-
erature report that rapid glucose-lowering therapy and
adequate hydration resolve symptoms quickly in
most patients.’ In our case, the patient showed com-
plete resolution after control of the hypergycaemia.

In conclusion, acute or subacute onset of unilat-
eral involuntary movements should suggest NHH, the
recognition of which may result in prompt control of
the symptoms by normalization of blood glucose.
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