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Abstract A 62-year-old man was admitted to our

department because of the sudden onset of dysaesthesia in

the right perioral region of the face and right hand. Neu-

rological examination demonstrated a loss of pain and

temperature sensation in both the right perioral region and

in the fingers of the right hand. These findings suggested

damage to parts of the ipsilateral spinothalamic and trige-

minothalamic ascending tracts, producing restricted sen-

sory impairment of the perioral region and ipsilateral hand.

This is the first reported case of a medullary lesion causing

cheiro-oral syndrome.
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Introduction

Cheiro-oral syndrome (COS) is a clinical entity charac-

terized by sensory impairment confined to the perioral

region and ipsilateral fingers or hand. Initially, this peculiar

sensory syndrome was believed to have a localizing

capacity that gradually increases due to the involvement of

ascending sensory tracts at the cortex, corona radiate,

midbrain, thalamus or pons [1–6]. Here, we report a patient

whose clinical manifestation was compatible with COS.

However, MRI showed infarction in the dorsolateral

medulla oblongata. This is the first case of a lateral med-

ullary lesion causing COS.

Case report

A 62-year-old man, who had a known history of hyper-

tension and was undergoing treatment for the same, was

admitted to our hospital because of the sudden onset of

dysaesthesia in the right perioral region of the face and

right hand. On examination, he was alert and both physical

and cardiac functions were normal. A neurological exam-

ination demonstrated the loss of pain and temperature

sensation in the right perioral region of the face and right

hand. His tactile sensation was preserved. No paresis or

ataxia and pathological reflexes were observed, and deep

tendon reflexes were normal. An EKG revealed the pres-

ence of left ventricular hypertrophy, and the results of

blood analyses were normal. A T2-weighted MRI of the

brain showed a high-intensity lesion compatible with an

infarction in the left dorsolateral medulla oblongata

(Fig. 1).

Discussion

In our patient, sensory disturbance was only present in the

right perioral region and ipsilateral fingers; this sensory

abnormality was compatible with COS. In addition, MRI

showed the infarction in the left dorsolateral medulla

oblongata. Lateral medullary infarction is known to cause

crossed sensory impairment. However, Kim et al. [7, 8]

reported patterns of sensory dysfunction in 50 patients with

lateral medullary infarction, and only 26% of the patients
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had ipsilateral trigeminal and contralateral hemibody/limb

pattern . On the other hand, the contralateral trigeminal and

ipsilateral hemibody/limb pattern was more common.

However, there have been no reported cases of COS due to

lateral medullary infarction.

The following four types of COS are recognized: uni-

lateral, typically bilateral, atypically bilateral and crossed.

Chen et al. [2] reviewed previous cases of COS and

reported that all four cases with a medulla oblongata

infarction had crossed type COS. The sensory disturbance

noted in our case was, however, of the unilateral type.

Ophthalmic, maxillary and mandibular branches lying

within the descending trigeminal sensory tract are located

at the ventral, middle and dorsal portions of the medulla,

respectively. The lateral spinothalamic tract is ventrolateral

to this tract with cervical, thoracic, lumbar and sacral

afferents arranged from the medial to lateral aspect. In our

patient, the infarction was located in the dorsolateral

medulla. Although medullary involvement is not sensitive

for COS diagnosis, its high specificity makes it valuable in

clinical practice.
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Fig. 1 Horizontal section of

fluid-attenuated inversion

recovery (FLAIR) (a),
diffusion-weighted image (b)
and sagittal image of fluid-

attenuated inversion recovery

(c) showing a high-intensity

signal at the left dorsolateral

medulla oblongata
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