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Abstract

Ortner’s syndrome or Cardiovocal syndrome is hoarseness due to left recurrent laryngeal nerve palsy caused by mechanical
affection of nerve from enlarged cardiovascular structures. A middle-aged female presented to us with a long history of hoarseness
of voice and exertional dyspnea. The diagnosis of pulmonary artery aneurysm presenting as Ortner’s syndrome was made.
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Introduction

Hoarseness is a common symptom in clinical practice, and
a variety of local laryngeal and extra laryngeal conditions are
implicated in hoarseness. The most common extralaryngeal cause of
left vocal cord palsy is bronchogenic carcinoma. Ortner’s syndrome
is hoarseness due to recurrent laryngeal nerve involvement in
cardiovascular disease. We present a case of pulmonary artery
aneurysm causing left vocal cord palsy. The management of these
patients is challenging and there are no ideal recommendations.

Case Report

A 49-year-old female presented with chief complaints of
exertional shortness of breath and hoarseness of voice for the last
2 years. She denied any history of tuberculosis, chronic cough,

DVT, or smoking. Clinical examination revealed a thin built patient
with BP- 100/60 mmHg, pulse rate (PR)-96 bpm regular, oxygen
saturation- 89% in all limbs at room air. Her jugular venous pressure
revealed prominent a wave and c-v descent. Cardiac examination
revealed normal first and narrow split second heart sound with
a loud pulmonary component, long early diastolic murmur in the
pulmonary area starting with P2 with pansystolic murmur grade
3/6 in tricuspid area. An indirect laryngoscopic exam revealed left
true vocal cord palsy. An electrocardiogram (figure 1) revealed
regular rhythm with a heartrate of 80 bpm, right axis deviation, right
atrial enlargement, prolonged PR interval with right ventricular
hypertrophy. Chest x-ray (Figure 2) showed cardiomegaly with RV-

type apex, right atrial enlargement, dilated main pulmonary artery
with prominent pulmonary conus, peripheral pruning, and normal
lung parenchyma.
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Figure 1: ECG at presentation showing regular rhythm, right axis deviation, P-pulmonale, prominent R wave in V1, and

right ventricular hypertrophy.
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Figure 2: CXR PA view showing cardiomegaly, right atrial enlargement with dilated MPA, RPA, and LPA.

Figure 3: Showing aneurysmally dilated main pulmonary artery, right and left pulmonary artery.

2D-echocardiography (Figure 3) revealed dilated right atrium
and Dysfunctional right ventricle. The patient had severe PAH with
moderate tricuspid regurgitation with a gradient of 103 mmHg,
severe pulmonary regurgitation, and aneurysmally dilated main
pulmonary artery. TAPSE was 15.LV systolic function was normal.
There was evidence of mild pericardial effusion. Contrast echo did
not reveal any shunt lesion.

Computed tomography of the thorax (Figures 4 and 5)
showed aneurysmally dilated main pulmonary artery (MPA), right
pulmonary artery (RPA), and left pulmonary artery (LPA) with signs
of pulmonary arterial hypertension (PAH) and cardiomegaly. MPA,

RPA, and LPA measured 8.32 ¢cm,3.82 c¢cm, and 3.47 cm respectively.

Lab investigations were normal, viral markers and ANA profile
were negative. Arterial blood gas revealed an oxygen saturation
of 91% with mild hypoxemia. Her pulmonary function test was
normal.

The clinical symptoms in combination with imaging findings
were consistent with a giant pulmonary artery aneurysm with
severe PAH causing cardiovocal syndrome. The patient refused
cardiac catheterization and was discharged with medical treatment
and remains under regular follow-up.
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Figure 5: CT pulmonary angiography showing aneurysmally dilated MPA with dilated LPA.

Discussion

Cardiovocal syndrome was originally described in 1897 by
Nobert Ortner in three patients with severe mitral stenosis caused
by compression of the left recurrent laryngeal nerve by the enlarged
left atrium[1,2]. Mitral valve prolapse, thoracic aortic aneurysm,
aortic dissection, cor pulmonale, and pulmonary artery dilatation
secondary to increased pulmonary artery pressure with any reason
have also been described in the etiology of Ortner’s syndrome.
The pathophysiological mechanism in PAH with pulmonary artery
dilatation is thought to be due to compression of the left recurrent
laryngeal nerve between the aorta and dilated pulmonary artery.

Because of the anatomical course of the recurrent laryngeal
nerves, the left side is more vulnerable and it is 1.75 times more
frequently affected than the right [3-7]. Pulmonary artery (PA)
aneurysms (PAAs) are rare and infrequently diagnosed. Brown
and Plotnick defined PAA as a PA with a diameter exceeding 40
mm|[8]. Deterling and Clagett discovered only 8 cases of PAAs in
109571 consecutive postmortem examinations [5]. PAAs generally
occurred in a younger age group than aortic aneurysms with an
equal sex incidence[6]. Eighty-nine percent of all PAAs were located
in the main PA, whereas only 11% were located in the pulmonary
branches[7]. When affecting the PA branches, PAAs in the left PA
were more common than in the right PA[5] .
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Depending on the underlying condition responsible for PAA
formation, patients frequently present with right atrial and
ventricular hypertrophy, right heart failure, tricuspid regurgitation
caused by annulus dilatation, and mild pericardial and pleural
effusion[9].

A common complication of PAA includes in situ thrombosis,
pulmonary artery dissection, compression of adjoining structures
like left main, adjoining bronchus, and recurrent laryngeal nerve
like in our case. PAA can progress to rupture and can present as it
resulting in lethal hemoptysis, asphyxiation, and sudden death and
is the most common cause of mortality[10]. The treatment of PAH
with vasodilators does not affect the growth rate of PAA. Surgery
remains the mainstay of treatment in PAA. Surgery indications
include absolute PAA diameter >=5.5 cm, an increase in the diameter
of the aneurysm of 20.5 cm in 6 months, compression of adjacent
structures, thrombus formation in the aneurysm sac, appearance
of clinical symptoms, evidence of valvular pathologies or shunt
flow, verification of PAH and any signs of rupture or dissection.
A lung transplant may be an option in the presence of significant
parenchymal or progressive pulmonary vascular disease. [9][11,
12]. PAA due to PAH presenting as cardiovocal syndrome is rare.
No clear guidelines are available in the management of this disease.
Further registry data are needed on the progression and natural

history of pulmonary artery aneurysms.
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