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A Case of Benign Blue Nevus Located in Middle Ear Mucosa

Jae-mahn Cho, MD and Moo-jin Baek, MD, PhD

Department of Otolaryngology-Head and Neck Surgery, Inje University College of Medicine,
Haeundae Paik Hospital, Busan, Korea

—ABSTRACT —

A blue nevus, characterized by the proliferation of dermal dendritic melanocytes, usually appears as a solitary,
small, asymptomatic blue-to-blue-black macule or papule on the dorsal aspect of the extremities, scalp, or but-
tocks. Blue nevi have also been reported in several extracutaneous sites, including the vagina; prostate; and in-
traoral, sinonasal, and colorectal mucosae. A 38-year-old female presenting with intermittent dizziness had a
blue-black mass in the left middle ear, behind an intact tympanic membrane; the mass was evident on otoendo-
scopic examination. The mass was surgically removed and identified histologically as a benign blue nevus. To
date, two cases of blue nevi in the middle ear have been reported. Here, we describe another such rare case. (J

Clinical Otolaryngol 2018;29:82-86)
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Introduction

A blue nevus, first described by Tieche in 1906, is
characterized by the proliferation of dermal dendritic
melanocytes. Clinically, the nevus appears as a soli-
tary, small (usually <1 cm in diameter) blue-to-blue-
black macule or papule. The blue color is imparted
by melanin in the dermis; melanin preferentially ab-
sorbs long-wavelength light (the Tyndall effect). A
nevus is usually solitary and is found on the head, neck,
sacral region, and dorsal aspects of the distal extrem-
ities. A nevus can develop at any age, but usually in
the second decade of life." Rarely, blue nevi have been
reported at extracutaneous sites, including the vagina;
the prostate; and the oral, sinonasal, and colorectal mu-
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cosae.” A blue nevus in the middle ear is extremely
rare ; only two cases have been reported.” We here
describe the third case.

Case Report

A 38-year-old female presented to our outpatient
clinic with intermittent dizziness 2 weeks in duration.
On otoendoscopic examination, we found a blue-
black mass in the left middle ear, evident through an
intact tympanic membrane (Fig. 1). Pure tone audi-
ometry revealed a normal hearing level. A vestibular
function test, and cranial nerve and nasopharyngo-
scopic examinations, revealed no abnormality. Com-
puted tomography (CT) identified a mass, 5 mm in
diameter, in the medial aspect of the left mesotympa-
num. No bony erosion was evident, and the jugular
bulb, ossicles, and facial nerve were intact (Fig. 2).
Magnetic resonance imaging (MRI) revealed a small,
nodular soft tissue lesion of high T1 signal intensity but
low T2 signal intensity in the medial aspect of the left
mesotympanum (Fig. 3).

Although we proposed surgical exploration, the pa-
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tient insisted on observation only because of sponta-
neous symptom relief. After 4 months of loss to fol-
low-up, the symptom recurred and the patient agreed
to undergo surgery. She underwent diagnostic explor-
atory tympanotomy. Under general anesthesia, we
exposed the middle ear via an endaural approach us-
ing Lempert I and II incisions. A dark-blue mass was
evident anterior to the malleus handle. Otherwise, the
middle ear was clear and the ossicular chain intact
and freely mobile. The mass was grossly removed. A
small blue lesion was evident around the opening of
the Eustachian tube, but was not removable because
of adhesion to the adjacent mucosa. The resected tis-
sue was sent to the Department of Pathology for
evaluation.

The specimen consisted of a fragment of brown-
ish-gray soft tissue 0.4 X 0.3 0.3 ¢cm in dimension
(Fig. 4). A microscopic examination of histological
sections revealed moderately sized spindle-to-epithe-
lioid-shaped melanocytes with high levels of mela-
nin. The melanocytes contained abundant cytoplasm
but did not exhibit cytologic atypia or mitosis. We
stained the tissue with HMB45 combined with AP-
Red to rule out a melanoma. The histopathological
data confirmed that the tissue was a benign blue ne-
vus (Fig. 5).

Four months of follow-up have now elapsed with-

Fig. 1. Endoscopic finding of a blue-black color mass in
the left middle ear.
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out any sign of recurrence.

Discussion

Melanocytes are found throughout the mucosal
membranes of the head and neck. Embryologically,
the middle ear mucosa originates from pharyngeal
pouches that also develop into the oral and nasopha-
ryngeal mucosae.” A blue nevus is characterized by
the proliferation of dermal dendritic melanocytes.
Generally, benign blue nevi are associated with a good
prognosis because they tend to remain unchanged
throughout life or flatten and fade in color. However,
rarely, the nevi exhibit malignant changes, a sudden
increase in size, or ulceration.”'” Several blue nevi
have been reported in the oral and nasopharyngeal

Fig. 2. Preoperative temporal bone CT identifying a
5mm-sized small nodular soft fissue density lesion at me-
dial aspect of the left mesotympanum in (A) axial view
and (B) coronal view (yellow arrows).
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Fig. 3. Preoperative T1 weighted MRI images of small nodular mass at medial aspect of mesotympanum in (A) axial

view and (B) coronal view (white arrows).

Fig. 4. Blue black soft tissue specimen measuring 0.4 X
0.3x0.3cm.

mucosae. Only one blue nevus confined to the mid-
dle ear has been reported and, recently, a blue nevus
extending from the middle to the inner ear and into
the nasopharynx through the Eustachian tube was
described."”

During the differential diagnosis of a melanocytic
blue lesion in the middle ear, a melanoma, dermato-
fibroma, neurofibroma, perineuroma, and other fi-
broblastic proliferations, including scarring, must be
considered.'” Tt is essential to exclude a malignant
melanoma because such melanomas, reflecting the
neoplastic proliferation of melanocytes in the epider-
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mis, retina, and mucosa, are associated with a 5-year
survival rate of only 31.7%, as revealed by a review
of 84,836 melanomas of the head-and-neck mucosae
from the American Cancer Database."”

In our case, there were no clinical symptoms or signs
suggestive of a malignant tumor in the middle ear.
Cases with malignant melanoma present with pain,
otorrhea, or otitis media with effusion.'? On preoper-
ative CT and MRI, the mass showed no evidence of
invasion into surrounding bones. Similarly, no gross
evidence of malignancy was apparent. A histological
examination revealed the proliferation of spindled
melanocytes without any evidence of cellular atypia,
mitotic activity, or necrosis. A histopathological ex-
amination confirmed that the tissue was a benign
blue nevus.

Long-term follow-up data are lacking for both of
the two prior cases; neither recurrence nor a malig-
nant change was addressed. As the melanocytes of
the middle ear and sinonasal tract are presumed to
have the same origin, we reviewed the literature on
solitary blue nevi of the sinonasal tract. In the five re-
ported cases, no recurrence after complete excision
was evident during 13 months to 20 years of follow-
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up.”">'” Although blue nevi rarely become malignant,
or transform into malignant melanomas, complete
surgical excision with regular follow-up is required
because the number of reported cases is small and blue
nevi of the middle ear remain poorly characterized.
A blue nevus in the middle ear is rare; only two cas-
es have been reported. We found no report from our
country; indeed, no blue nevus in the head-and-neck
region has been described. In the previous cases, the
patients presented with hearing loss, with or without
a bluish mass behind the tympanic membrane, and
underwent complete excision if possible.'” A blue ne-
vus per se is benign, but a malignant blue nevus and
malignant melanoma must be considered during dif-
ferential diagnosis; no established guidelines for the
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Fig. 5. Pathologic finding (A) heavily pigmented 0.4cm sized dome shaped nodule,

(B)
and melanophages, (C) with melanin bleaching, diffuse proliferation of spindled melanocytes with abundant cyto-
plasm but no cytologic atypia or mitoses are present and (D) positive for melanocytes. (A), (B), (C) and (D) are
pathologic findings in HE*40, HE*100, HE*400 and HMB45*400 with AP red dye, respectively.

on of melanocytes

management of symptomatic disease have appeared.
Additional studies on the prognosis of middle ear blue
nevi are required.
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