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Introduction
Hiccup is a reflexive involuntary contraction of the 

inspiratory muscles, especially the diaphragm, followed by 
sudden closure of the glottis. Although it usually ends in minutes 
or hours, it can sometimes last for days indicating significant 
neurological disease [1,2].

We aimed to present the case of a patient with a previous 
history of operated pulmonary carcinosarcoma (PC) presenting 
with a persistent hiccups and dysphagia and we describe 
the clinical scenario and the successful management of this 
condition.

Case Presentation
A 56-year-old man was referred with a three-week history 

of uncontrollable hiccup occurring up to 40 times per minute 
associated with dysphagia and post deglutive aspiration 
disabling the patient’s daily life. Vagal manoeuvres performed 
by his primary care physician did not give significant 
improvement. He denied any history of anxiety, depression, or 
psychosis. He had a two-year history of PC resected 7-months 
(Figure 1) earlier and staged pT3pN0M0.

A detailed neurologic examination revealed no focal 
weakness, loss of sensation, or imbalance. A detailed clinical 
examination showed oropharyngeal hypoesthesia and absence 
of emetic reflex. Vital signs were within normal limits, and 
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physical examination was nonfocal. Auscultation of the right 
lung field revealed fine crackles. Gastroscopy was negative. 
Computed tomography of the chest showed aspiration 
pneumonia. Contrast-enhanced T1-weighted magnetic 
resonance imaging (MRI) of the brain disclosed a partially 
enhancing metastasis in the medulla oblongata (Figure 2). 

The patient was initially treated with total enteral nutrition, 
corticosteroids, and anti-emetic agent achieving the complete 
hiccup regression. Dysphagia did not regress. A cyberknife 
stereotactic radiosurgery (24 Gy) of the cerebral lesion was 
performed improving neurological symptoms. The patient was 
hiccup and dysphagia free for 11 months and without evidence 
of disease.

Discussion
There are numerous causes of uncontrollable hiccup [3,4]. 

Most are due to gastric distention and/or gastroesophageal reflux. 
Intractable hiccup occurring with systemic illnesses such as 
sepsis or uremia have been described, in addition to psychiatric 
disorders such as hysteria, anorexia, or grief. Infrequently, a 
peripheral nervous system cause of uncontrollable hiccup is 
possible as the result of irritation along the hiccup reflex arch 
including the thoracic sympathetic chain, phrenic nerve, or 
accessory respiratory musculature. Even more rare are lesions 
of the central nervous system that occur as the result of an 
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insult to the “hiccup center” in the medulla oblongata. Ischemia 
and mass effect from metastasis as our case or tumors such as 
cavernoma, ependymoma, or choroid plexus tumor have been 
described, occurring in higher incidences than aneurysms. It 
is therefore prudent to exclude central nervous system lesions 
in patients presenting with uncontrollable hiccup utilizing 
contrast-enhanced MRI [5].

PC is a rare and aggressive lung neoplasm characterized by 
a biphasic pattern consisting of both epithelial and sarcomatous 
components [6-8]. It usually affects men, generally heavy 
smokers, between the fifth and eighth decades of life [7]. 
Medical treatment including chemotherapy and radiation 
therapy are not active on this tumor, so surgery is considered 
the treatment of choice when feasible. Prognosis is poor with 
a median survival time of 9 to 12 months after potentially 
curative surgical resection. Although a few reports showed 
that doxorubicin-based regimens had some effect on metastatic 
PC [9,10], standard chemotherapy for metastatic PC has not 
yet been developed [11]. A recent case report of metastatic 
PC showed an evident therapeutic response to tumor-targeted 
therapy suggesting that pazopanib may be a therapeutic option 
for patients with metastatic PC [12].

To the best of our knowledge, this is the first report of an 
intractable hiccup and dysphagia due to a metastasis of PC to 
the medulla oblongata and successfully treated by radiation 

therapy with a long period free of neurological symptoms and 
disease.

The treatment of hiccup should begin with vagal maneuvers 
such as breath holding, immersion in cold water, or application 
of supraorbital pressure. Persistent hiccups indicate the use of 
pharmacologic agents such as chlorpromazine, metoclopramide, 
gabapentin, orphenadrine, or antidepressants [4,13]. Hiccups 
resistant to noninvasive treatment necessitates a search for 
an underling cause in which case the possibility of brainstem 
lesions, including metastasis, should be suspected and 
adequately treated. Radiotherapy represents a valid therapeutic 
option for this brain lesion.
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Figure 2: T1-weighted magnetic resonance imaging of the brain [(A) sagittal plan; (B), axial plan] showing a 1.8 cm peripherally enhancing 
metastatic lesion of the brainstem.

Figure 1: (A) Positron emission tomography/computer tomography scan of the chest showing the carcinosarcoma of the left upper lobe. 
(B) Histology of the pulmonary carcinosarcoma demonstrating a mixture of well-differentiated adenocarcinoma and sarcomatous heterologous 
elements.
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