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Do Not Say "Just Hiccups", when Few Symptoms 
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Abstract
Persistent hiccups may have several different etiologies including life-threatening conditions and it should not be underestimated. We report the case of a 43-year-
old man who developed persistent hiccup due to bleeding cavernous angioma in the dorsolateral area of the medulla oblongata. He underwent to surgical 
intervention because of the persistent disabling symptom and he subsequently recovered with persisting remission. In these cases neurosurgical intervention 
could be considered in patients with accessible lesions.
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Introduction
Hiccup is generally considered persistent when it lasts for more 

than 24 to 48 hours. Persistent hiccups may have several different 
etiologies, ranging from gastrointestinal, cardiopulmonary, metabolic, 
infectious, and pharmacologic to neurological or psychogenic causes. 
Main neurological causes of persistent hiccups include cerebrovascular 
disease, multiple sclerosis, neuromyelitis optica, meningoencephalitis, 
Parkinson’s disease, brainstem tumor, syringomyelia, head injury [1]. 
We report a case of persistent hiccups due to medullary hemorrhage 
disclosing cavernous hemangioma, which underwent neurosurgery.

Case Presentation
A 43-year-old man was admitted to Emergency Department 

complaining of persistent hiccups that started acutely 10 days 
before. He already had a gastroenterologist consultancy, starting 
Metoclopramide 10 mg TID and Chlorpromazine 12.5 mg, TID by 
few days before the admission with poor benefit. Three days before 
hospitalization he developed sensory disturbance also, described 
as tingling and numbness sensation involving the left hand and the 
distal part of the left leg. The patient reported a previous hiccup 
episode one month before admission, it lasted about a week and 
then spontaneously resolved. He had no other relevant health issue 
in the past neurological examination was consistent with intermittent 
hiccups and the left sided paresthesia; no other neurological deficits 
were detected. Vital signs, routine blood tests and chest X-ray were 
normal. A brain Computed Tomography (CT) scan was performed 
disclosing small focal oval hemorrhage in the left dorsolateral area 
of the medulla oblongata. Cavernous angioma was suspected, after 
that CT-angiography and brain MRI were also performed confirming 

the vascular malformation as the underlying cause of the bleeding. 
Brain MRI showed an ovoid lesion in left dorsal paramedian-lateral 
area of the medulla oblongata with patchy hyperintensity in T1-
weighted sequences without gadolinium enhancement and sign of 
recent bleeding with hemoglobin at various stages of degradation in 
T2-weighted FLAIR Spin Echo sequence (Figure 1). He was admitted 
to Neurological Department where a further therapeutic trial with 
haloperidol 0.5 mg TID was attempted with slight improvement. 
During the hospital stay his neurological exam remained unchanged 
and he was discharged 4 days after. Neurosurgical intervention was 
excluded at first, subsequently because of the persistent hiccups 
he obtained a new consultancy and finally one month after he 
underwent to surgical treatment. He had favorable outcome without 
perioperative complications, showing hiccup only after eating for few 
days. He progressively fully recovered with persisting remission at 28 
months of follow up.

Discussion
Few cases of hiccups as the first or unique symptom of brainstem 

angioma were reported to our knowledge [2-10]. In all these cases, 
including ours, location of cavernoma was in dorsolateral area of the 
medulla oblongata. Despite several brainstem and diencephalic nuclei 
(such as periaqueductal gray, subthalamic nuclei, phrenic nerve 
nuclei, reticular formation and hypothalamus) have been linked to 
the pathophysiology of hiccups [2], these findings indicate that the 

Figure 1: MRI  sagittal plan T1-weighted sequence (left) showing  cavernous 
hemangioma as a patchy hyperintense lesion and  sagittal plan T2-weighted 
FLAIR Spin Echo sequence (right) showing mixed hypo/hyperintense lesion 
as the result of blood components at different stages of degradation.
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dorsolateral area of the medulla oblongata is probably crucial for 
hiccups development.

Clinical course can be variable: most of the patients reported had 
a long hiccup history ranging from months to years, with recurrent 
or relapsing-remitting course. It was variably associated to other 
neurological symptoms, ranging from sensory or motor deficit to 
headache, vomiting, vision or balance impairment. In one case the 
patient had sudden consciousness deterioration and respiratory 
failure due to re-bleeding, requiring emergency surgery [8].

Differently, in our case, hiccups were substantially isolated, except 
for a slight sensitive disturbance.

Since in all the case reports MRI showed hematic components in 
the context of the cavernous malformation, bleeding is likely to have 
triggered hiccup reflex.

Brainstem cavernomas have a higher tendency to the rupture 
than supratentorial cavernomas, and re-hemorrhages are frequent 
after a first episode of bleeding [3,4]. Surgical treatment is associated 
to significant operative risk and after first bleeding "wait and see" 
approach is generally adopted, considering neurosurgical intervention 
in case of rebleeding [11].

However persistent hiccup in young people may be disabling and 
interventional treatment could be considered when it is intractable. 
Other author reported encouraging favorable postoperative 
neurological outcome [4].

Conclusion
Persistent hiccups should not be underestimated and a 

comprehensive evaluation is recommended. In case of brainstem 
bleeding cavernomas leading to persistent and disabling hiccups, 
neurosurgical intervention could be considered in patients with 
accessible lesions.
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