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Introduction
Pulmonary arterial aneurysm (PAA) is a rare and possibly
life-threatening abnormality of the pulmonary vasculature. Pulmonary arterial hypertension (PAH) is an important cause of PAA
(1). Anorectic agents, such as aminorex, fenfluramine, and benfluorex, have been associated with PAH (2). Unlike those medications, sibutramine has been well tolerated and widely used as
an appetite suppressant until it was withdrawn from the market
in 2010 owing to its cardiovascular side effects (3). In this report,
we present the first case of a patient with sibutramine-associated PAH complicated with massive PAA.

after the administration of sibutramine. Physical examination
revealed a systolic murmur heard over the left sternal border,
hepatomegaly, mild ascites, and pretibial edema. Her saturation
was 91% in room air, Electrocardiography showed sinus rhythm
with right axis deviation and right ventricular strain pattern. Routine laboratory workup was normal, and connective tissue disease markers and human immunodeficiency virus (HIV) serology
results were negative.
Transthoracic echocardiography showed massive PAA compressing the left heart chambers (Fig. 1a and 1b, Videos 1 and 2),
hypertrophied right ventricle, dilated right atrium, and flattening
of the interventricular septum. Right ventricular systolic functions were normal, tricuspid regurgitation was severe, and estimated pulmonary artery (PA) systolic pressure was 84 mmHg. No
left-sided valvular disease or shunts were observed.
Pulmonary computed tomography (CT) angiography confirmed aneurysmal dilatation of the main PA, left and right Pas,
and several lobar branches (Fig. 2a-2c). No signs of thrombus or
parenchymal disease were observed. There was no congenital
anomaly present in the CT.
Heart catheterization showed precapillary pulmonary hypertension with mean PA pressure (PAP) of 50 mm Hg and pulmonary vascular resistance of 6.8 Woods units. As the diagnosis of
PAH was established, the patient was started on PAH-specific
pharmacotherapy and was offered surgery for the aneurysm.

Case Report
A 40-year-old woman presented to our clinic with syncope,
progressive dyspnea, and recurrent palpitations. She had no
previous medical history and was an active smoker of 20 packyears. There was no cardiovascular disease in her family history.
She stated that she had been taking sibutramine as an appetite
suppressant during 2008-2010 and her symptoms commenced
a

Discussion
PAA is a rare entity in pulmonary vascular diseases. Its definition varies among authors. Some authors consider any dilatation of the PA beyond its normal limit (27 mm in woman and
29 mm in men) as an aneurysm, whereas others consider any
case with PA diameter ≥ 40 mm as PAA (4). Along with congenital
heart disease, PAH is an important cause of PAA (1).
b

Figure 1. (a) Subcostal transthoracic echocardiography view showing pulmonary artery aneurysm compressing the left heart chambers. (b)
Tricuspid regurgitation and estimated pulmonary arterial pressure
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Figure 2. (a) Chest X-ray showing a bulging mass in the left hemithorax. (b) Coronal view of computed tomography (CT) demonstrating giant
pulmonary artery aneurysm with a diameter of 10 cm. (c) Sagittal view of the aneurysm

PAH is a progressive cardiopulmonary disease characterized
by elevated pulmonary vascular resistance and PAP. In the classification of the European Society of Cardiology, PAH is defined
as Group 1 and can be idiopathic, heritable, drug- and toxininduced, or associated with clinical conditions, including HIV
infection, connective tissue disease, portal hypertension, and
congenital heart disease (5).
Recognition of drug-induced PAH started with the first epidemic of pulmonary hypertension in 1967 in Europe caused by
aminorex, which is a central nervous system stimulant used for
weight loss (6). Later, other appetite-suppressant drugs, including fenfluramine, benfluorex, and amphetamine derivatives,
were associated with an increased risk of PAH development
(2). The serotonin pathway has been implicated in anorexigensassociated pulmonary vascular disease (7).
Sibutramine, a serotonin and noradrenaline reuptake inhibitor originally developed as an antidepressant, was approved for
weight reduction by the Food and Drug Administration in 1997. It
has since been widely used for weight loss with relatively better metabolic improvements and fewer side effects than those
of other anorexigenic agents (8). Its effect on PAP was assessed
noninvasively, and no difference in PAP was found before and
after treatment with sibutramine (9). It was withdrawn from
the United States and Europe market in 2010 because of the
increased risk of nonfatal myocardial infarction and nonfatal
stroke (3). Sibutramine has not been associated with any pulmonary hypertension case per the literature search. To the best of
our knowledge, our case is the first one.
In our case, we thoroughly investigated our patient and excluded other causes of pulmonary hypertension, such as left
heart disease, lung disease, and chronic thromboembolic disease. Because the patient clearly described symptoms beginning after sibutramine use, we proceeded through our ultimate
diagnosis, which was drug-induced PAH. Unlike aortic aneurysms, there is no clear consensus on PAA treatment strategy
and surgical indications. Options include conservative observation, treatment of underlying disease, or surgery (1). In cases of

PAA with a diameter ≥5.5 cm and accompanied by PAH, aneurysm surgery or heart-lung transplantation remains the treatment of choice (1).

Conclusion
PAA is a rare and possibly life-threatening abnormality of
the pulmonary vascular system, and PAH is one of the important
causes of PAA. Drug-induced PAH remains a diagnostic challenge. Most anorexigenic medications are associated with PAH.
Sibutramine, which has not been associated with pulmonary
vascular disease previously, can cause PAH as represented in
our case. Thus, physicians should investigate any anorexigenic
drug exposure, particularly sibutramine, in every case of pulmonary hypertension.
Informed consent: Written informed consent to publication
was obtained from the patient.
Video 1. Giant pulmonary artery aneurysm compressing the
left heart chambers
Video 2. Doppler evaluation and severe tricuspid regurgitation
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