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ABSTRACT

Laryngeal hemangioma is a rare benign tumor of the larynx with predilection for a
supraglottal subsite. Common presentations include hoarseness, dyspnea, and dysphagia,
with a typical appearance of a reddish-purplish mass. A capillary form of the tumor,
lobular capillary hemangioma (LCH) is extremely rare in adults and is predominantly
unilateral. Diagnosis is made histologically by the distinct lobular growth pattern of
capillary proliferation. Here, we report a 50-year-old male chronic smoker who presented
with 3-month history of progressive hoarseness, dry cough, and intermittent dyspnea.
Flexible endoscopy of the larynx showed irregular pinkish-white masses on the middle
third of the bilateral vocal folds. The provisional diagnosis of glottic carcinoma was ruled
out by histopathology, and the final diagnosis was bilateral glottic LCH, making it the
first recorded case of this condition in literature. The patient underwent endolaryngeal
microsurgery with subepithelial excision, a procedure that can be both diagnostic and
therapeutic for this rare tumor.

aryngeal hemangioma is a rare, benign

neoplasm with unknown incidence

and etiology." Fechner et al,” classified

laryngeal hemangioma into adult and
infantile forms, the latter being more common. The
proposed etiologies of the adult-form hemangioma
include previous laryngeal trauma (e.g., intubation),
hormonal shifts (i.e., in pregnancy granuloma), viral
oncogenes, infection, and stress.”* The available
literature includes only 13 case reports of adult
with glottic hemangioma since the first report in
1979, and these were mainly on a unilateral vocal
fold.> Here, we present and discuss a rare case of
adult bilateral vocal fold hemangioma, which was
initially suspected to be a glottic carcinoma in a
chronic smoker.

CASE REPORT
A 50-year-old male presented with hoarseness,
persistent dry cough, and intermittent dyspnea
for three months. The symptoms had progressively
worsened for two weeks prior to presentation.
The patient had no history of fever, neck swelling,
weight loss, night sweat, hemoptysis, contact with
tuberculosis (TB) patients, or any laryngopharyngeal

reflux symptoms. A mechanic by trade, the patient
was a chronic smoker for 30 years (90 pack years)
and used to shout frequently (voice abuse).

The general examination was unremarkable
except for the hoarse voice. In the Grade of
hoarseness, Roughness, Breathiness, Asthenia,
and Strain (GRBAS) Scale,® the patient scored an
overall grade 3 (G3, severe hoarseness) with grade
3 roughness (R3). His maximum phonation time
(MPT) was short, at seven seconds.

Flexible endoscopy of the larynx revealed an
irregular, pinkish mass at the middle third of
bilateral true vocal fold. The edge of the mass had
whitish lesions. The bilateral vocal fold was mobile
on phonation and inspiration. A chest radiograph
showed normal findings.

The provisional diagnosis was glottic carcinoma,
based on the patient’s age, symptoms, smoking
habit, and the irregular appearance of the masses.
The patient therefore underwent endolaryngeal
microsurgery witha type 1 cordectomy (subepithelial
excision of the mass) under general anesthesia with a
diagnostic and curative intent. Intraoperatively, the
masses at the middle third of the vocal fold were not
adherent to the vocal ligament and did not involve
the anterior commissure [Figure 1].

*Corresponding author: BRmarinamatbaki@ppukm.ukm.edu.my



NuUR AF’IDAH MOHD ZULKEFLI, ET AL.

Figure 1: A direct laryngoscopy view showing
pinkish, irregular surface lesion arising from the

middle third of bilateral vocal folds (arrows). An

endotracheal tube is seen posteriorly.

Histopathological examination (HPE) showed
lobular proliferation of small capillary-sized blood
vessels, lined by endothelial cells that were positive
for CD31 and containing red blood cells [Figure 2].
Contrary to the initial diagnosis, HPE revealed no
evidence of malignancy. Hence, a diagnosis was made
of bilateral vocal fold lobular capillary hemangioma
(LCH). At 10 months post-surgery, the patient’s
voice improved, with overall dysphonia of grade 1
(G1, mild hoarseness), mild roughness (R1), and an

MPT within the normal range (15 seconds). A repeat
flexible endoscopy of the larynx showed mobile vocal
folds with normal mucosa.

DISCUSSION

Benign tumors of the larynx are rare. Overall,
95% are papillomas, the remaining 5% comprising
chondroma, rhabdomyosarcoma, neurofibroma,
paraganglioma, hemangioma, etc.” Laryngeal
hemangioma is truly rare, especially in adults,
with unknown incidence due to scarce literature.!
Adult laryngeal hemangioma usually occurs in men
(60%) mostly in the supraglottis and glottis, and
occasionally in the subglottis and trachea.">”~? The
clinical presentations vary depending on the location
and size of hemangioma. Hoarseness is the most
reported symptom, followed by dyspnea, dysphagia
and, rarely, hemoptysis.

Our patient presented with chronic progressive
hoarseness, dyspnea, and persistent dry cough,
common to many laryngeal pathologies such as
laryngeal TB, papillomas, hemangiomas, fungal
infection, and laryngeal carcinoma.”'*~'> Based on
the symptoms, endoscopy, and certain predisposing
factors, the possible differential diagnoses can
be listed. As laryngeal TB can mimic carcinoma,
TB work-ups such as erythrocyte sedimentation
rate, Mantoux test, and chest x-ray are necessary,
especially for those exposed to TB patients.'?

Figure 2: (a) Microscopic view of glottic LCH composed of lobular proliferation of small capillary sized
blood vessels (arrows) lined by endothelial cells and containing red blood cells. The overlying epidermis is
acanthotic (hemartoxylin and cosin stain, magnification = 10 x). (b) The endothelial cells are positive toward
CD31 immunohistochemistry (arrow). (hematoxylin and cosin stain, magnification = 40 x).
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Laryngeal carcinoma is a strong possibility in chronic
smokers with irregular, whitish, fungating, or ulcero-
fungating laryngeal masses.">

Literature describes an adult laryngeal
hemangioma as a smooth-surfaced, lobulated or
fleshy, reddish to purplish unilateral mass.>?!3!*
However, in the present case, the lesion affected
the middle third of the bilateral vocal fold, with
an irregular mucosal surface and a whitish lesion
at the edge. The absence of the typical features of a
hemangioma, the presence of a predisposing factor
for malignancy, and the normal chest radiograph
findings, led us initially to suspect malignancy.

Computed tomography (CT) of the neck was
unnecessary because the masses were small and
localised at the true vocal fold, having normal
mobility in appearance unlike that of a vascular
tumor. In glottic carcinoma, the vocal fold mobility
is affected when the paraglottic space, recurrent
laryngeal nerve, or cricoarytenoid joint are heavily
infiltrated by the tumor, indicatinga CT of the neck
for staging purposes.'>

Apart from the adult and infantile forms,
laryngeal hemangioma can be further classified into
three histological types: cavernous (common in
adults), capillary (mostly in infants), and mixed.”
LCH, also known as pyogenic granuloma, is a benign
vascular lesion of skin and mucosa that commonly
occurs in the head and neck region. Laryngeal
LCH is uncommon and is usually prevalent
in children, predominantly in the subglottic
region.’®"® Glottic LCH in adults is extremely
rare and, to our knowledge, no case of bilateral
glottic LCH has been reported, either in adults or
in children.>!-'® Glottic LCH has been described
as multilobulated, polypoidal, pedunculated mass
or raised nodule.*'*"® Diagnosis of LCH is made
histologically by its distinct lobular growth pattern
of capillary proliferation, fibromyxoid stroma and
ulceration-based inflammation.

A literature review on adult and pediatric glottic
LCH revealed cases of successful endolaryngeal
surgical excision using cold instruments, a coblator
or a CO, laser."*"" Alternative treatments included
intralesional steroid injection and medical therapy,
such as proton pump inhibitors, steroids, antibiotics
and speech therapy—but giving best results
when combined with surgery.'*® The alternative
treatments by themselves are less invasive, but they
require multiple sessions or long term therapy to

achieve a cure. Thus, they may not be suitable for
large LCH masses with airway obstruction.
Laryngeal biopsy using a channeled flexible
laryngoscope under local anesthesia is feasible in a
cooperative patient with glottic fungating mass. We
did not adopt this procedure because the glottic
masses appeared superficial and biopsy under local
anesthesia risked injury to the lamina propria of the
vocal fold. Therefore, endolaryngeal subepithelial
excision (type 1 cordectomy) of the bilateral glottic
masses was executed using a direct laryngoscope,
cold instruments, and a microscope. This procedure
achieved the dual objectives of diagnostics and
curative therapy. This precision surgical technique
preserves the layers of the vocal fold and prevents
injury to the lamina propria, thereby avoiding the
risk of life-long hoarseness due to vocal fold scarring.

CONCLUSION

To the best of our knowledge, this is the first recorded
case of adult bilateral glottic LCH, an extremely rare
benignlesion of thelarynx with anatypical appearance
that mimics glottic carcinoma. Endolaryngeal
microsurgery with subepithelial excision is a
surgical option that serves both diagnostic and
therapeutic purposes.
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