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Case Report

Ceruminous Adenoma: A Rare Mass that Impair Hearing

Seriiminéz Adenom: Isitmeyi Bozan Nadir Bir Kitle
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ABSTRACT

Ceruminous adenoma is described as a glandular neoplasm of ceruminous glands. It is seen for
less than one percent of all external ear tumours. Ceruminous adenoma cases were reported to
have recurrence and residual tumour, however there was no malignant transformation known
in ceruminous adenoma up to this date. Here, we report a young adult woman with two years
history of progressive reduced hearing and tinnitus of the right ear. She was proven to have
right moderate conductive hearing loss with pure tone audiometry. There was a cystic mass
with serous content arising from the posterior wall of the right ear canal. We proceeded with
wide local excision of the mass via trans-canal approach. Ceruminous adenoma was confirmed
with histopathology and immunohistochemistry of CK7 staining. The hearing impairment was
resolved completely post excision and there was no recurrence of the tumour on one year
follow-up. We concluded wide local excision with appropriate margin of the mass is adequate
to prevent recurrence in ceruminous adenoma cases.
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Seriiminéz adenom, seriiminéz bezlerdeki tiimdr olarak tanimlanir. Tim dis kulak timdrlerinin
Yyiizde birinden azini olusturmaktadir. Seriiminéz adenom olgularinda tekrarlama ve artik timor
kalma durumilari bildirilmistir ancak bu tarihe kadar seriiminéz adenomda bilinen kétiiclil trans-
formasyon saptanmamistir. Bu calismada, sag kulakta iki yillik ilerleyici isitme azalmasi ve kulak
cinlamasi Sykiisi olan gencg bir yetiskin kadini sunuyoruz. Saf ton odyometresi ile orta derecede
iletim tipi isitme kaybina sahip oldugu kanitlanmistir. Sag kulak kanali arka duvarindan kaynakla-
nan seréz icerikli kistik kitle bulunmustur. Trans-kanal yaklasimla kitlenin genis lokal eksizyonunu
gerceklestirilmistir. Seriiminéz adenom, CK7 boyama histopatolojisi ve immiinohistokimyasi ile
dogrulanmustir. Isitme bozuklugu eksizyon sonrasi tamamen dlizeldi ve bir yillik takipte timor
tekrari saptanmamustir. Seriiminéz adenom olgularinda tekrarlari 6nlemek icin saglikli kitle mar-
jina sahip genis lokal eksizyonun yeterli oldugu sonucuna vardik.

Anahtar kelimeler: Adenom, kulak kanall, iyicil timdr
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INTRODUCTION

The external auditory canal (EAC) contains
modified apocrine sweat glands, which are
ceruminous glands and sebaceous glands'?.
Ceruminous glands are located deep to the
sebaceous gland, within the dermis at the outer
third of the external auditory canal®. Wetli et al.
classified ceruminous gland tumours as having
benign and malignant neoplasm, whereas
ceruminous adenoma was described as benign
ceruminous gland tumour”.

Ceruminous adenoma (CA) is described as a
glandular neoplasm of ceruminous glands'>. CA
is also known as ‘ceruminoma’, a rare type of
external auditory canal tumour that accounts for
less than one percent of all external ear tumours
and usually affects adult and middle-aged (52-55
years) patients®>®. In 1991, the term ‘ceruminoma’
was excluded because it expresses a more
general definition that comprises a heterogenous
group of external ear canal tumours with various
neoplastic potentials?®. A study on 41 cases of
ceruminous adenoma between 1970 and 2000

reported the recurrence or residual of tumours
requiring a second surgery; none of the cases
involved a malignant transformation?.

CASE REPORT

A healthy 34-year-old woman presented
progressively worsening hearing in the right ear
for two years. Her hearing loss was accompanied
by persistent non-pulsatile tinnitus. No history of
ear pain or vertigo was reported. There was no
bleeding from the right ear and no history of
recurrent ear discharge. The left ear was
asymptomatic. The patient did not notice any
facial asymmetry or facial numbness. She had not
experienced headaches, blurry vision or nausea
and vomiting, which might suggest increased
intracranial pressure. She had no history of head
or ear trauma, and there was no preauricular
swelling or neck swelling. Her appetite was
normal, and she maintained a healthy weight.

Also, there wasn’t symptoms signifying chronic
tuberculosis infection of the ear, such as
tuberculosis contact, night sweat or recurrent

Figure 1. PTA done on the first appointment showed right moderate conductive hearing loss.
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fever. There wasn’t any nasal symptom, such as
epistaxis, nose blockage, or nasal discharge. The
family history did not reveal hearing loss or any
malignancy. She was a non-smoker and did not
consume alcohol.

An examination of the patient revealed normal
vital signs of a healthy adult with intact bilateral
facial nerve function. Bilateral ear pinna was
normal with no swelling or tenderness. The
bilateral mastoid area was not swollen or tender.
There was flaky skin around the bilateral ears that
extended to the scalp, indicating seborrheic
dermatitis.

An otoscopic examination of the right ear revealed
a mass arising from the superior wall of the
external auditory canal. The mass was lobulated,
non-pulsatile without blood. There was no pus or
discharge seen. The tympanic membrane was
obscured by the mass. The left external auditory
canal and tympanic membrane appeared to be
normal. The Rinne test results were positive for
both ears, but a Weber showed lateralization to
the right ear. The free field voice test revealed
normal hearing in the left ear and mild to
moderate hearing loss in the right ear. This result
suggested mild to moderate conductive hearing
loss of the right ear, which was later confirmed
with pure tone audiometry (PTA) (Figure 1).
Tympanometry also reported lower canal volume
in the right ear than in the left ear.

High-resolution computed tomography of the
temporal bone was reported as a soft tissue
lesion occupying the right external ear canal,
measured at 1.2 x 0.5 x 0.7 cm (Figure 2). This
was most likely because the roof of the external
ear canal was located 0.6 cm distal to the
tympanic membrane. The adjacent external ear
canal wall was minimally eroded. However, the
scutum was sharp, and there was no involvement
of the middle ear or inner ear. The left ear was
reported as normal and both facial canals were
intact.
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Figure 2. HRCT Temporal

(Tissue window: coronal view)

The arrow pointed to a soft tissue lesion occupying the
right external ear canal.

Figure 3. Examination under anaesthesia.

It revealed mass arising from posterior wall of the right
EAC.

The overlying skin of the mass was intact. Arrow pointed
towards the mass.

The patient was put under general anesthesia. A
microscopic examination revealed a mass arising
from the posterior wall of the right EAC (Figure
3). The skin overlying the mass was intact and
was soft on palpation. With a microscopic surgical
approach, serous fluid was drained from the mass
during excision, and the mass was excised
completely from the posterior wall of the EAC.
Following the mass removal, keratin was seen
medially from the location where the mass was
attached. There was irregular bony and unhealthy
cartilage and soft tissue along the posterior wall
of the right EAC. The irregular bone was
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Figure 4. The right EAC mass showed circumscribed uni-
form glandular proliferation (Hematoxylin & Eosin, 4x
magnification).

Figure 5. The inner cuboidal cells are CK7-positive by im-
munohistochemistry (4x magnification)
It also showed inner cuboidal cells.

Figure 6. PTA post excision of the mass showed normal hearing bilaterally.

smoothened, and the unhealthy overlying tissue
was removed. Anterior tympanotomy was then
performed. Normal middle ear mucosa was
observed in the right ear.

A histopathological examination of the right EAC
mass revealed circumscribed glandular
proliferation in a cribriform, cystic, and solid
pattern. The glands were lined by uniform inner

cuboidal cells and outer spindled myoepithelial
cells (Figure 4). Neither mitosis nor necrosis was
observed. There was also no evidence of
malignancy. An immunohistochemistry study
showed that the inner cuboidal cells were positive
to CK7. (Figure 5). These histopathological features
were consistent with ceruminous adenoma.

The keratin specimen exhibited loose keratin
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flakes without a squamous epithelial layer, while
the unhealthy cartilage of the posterior wall of the
right EAC showed mild chronic inflammatory cell
infiltration. The medial margin of the mass showed
no evidence of malignancy. Following the excision
of the mass, there was no recurrence within a
year, and repeated PTA showed improved hearing
(Figure 6).

DISCUSSION

CA has been defined as “well-differentiated,
benign, localized proliferation of glands
histologically similar to normal ceruminous
glands” 7. Ceruminous neoplasm accounts for
only 2.4% of all ear neoplasms® while CA is
reported in less than 1% of all benign tumours of
external auditory meatus®. Less than 150 cases of
CA have been reported-though its incidence is
more than reported, most physicians were not
adequately experienced in the management of
these cases®.

The mean age group for patients diagnosed with
CA is 52-55 years; however, CA affects people of
a wide age range of 12-85 years old*>. A few
pediatric cases have been reported, this may be
associated with apocrine glands’ congenital
deformity like nevus sebaceous of Jadassohn?.
Males and females are equally affected by CA.

Patients diagnosed with CA generally complain of
progressive hearing problems and tend to have
nontender masses in the affected external auditory
canal*®. The occupied mass might also cause ear
irritation, ear bleeding?, or other symptoms such
as otalgia and ear discharges in the presence of
concurrent otitis externa or chronic otitis media®'°.
Facial asymmetry and excruciating pain might
suggest something more severe, such as
malignancy.

The patient observed in the present case report

was a healthy adult female with no syndromic
features. She was having trouble hearing in the
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right ear and had bothersome tinnitus. However,
there was no alarming symptom, and so she only
sought treatment after the symptoms persisted
for two years. Her prior history of right ear
discharge might be because she experienced
concurrent right otitis externa, which was already
resolved by the time of presentation.

The management of ceruminous gland tumour
was described comprehensively in a 1983
published study in which it was concluded that
wide excision biopsy should be done for EAC
masses''!. If the mass diagnosis was CA with a
clear margin (reported after the confirmation of
an experienced pathologist), no further treatment
should be started for the patient'"'2. Malignancy
should be suspected in histopathology with
infiltrating margin and tumours with significant
nuclear pleomorphism or a brisk mitotic rate'>'4.

Immunohistochemistry was used to highlight the
biphasic nature of the tumour cells but it not
might be necessity for diagnosis®. The ceruminous
glands showed dual differentiation and were
composed of an inner glandular epithelial layer
and an outer myoepithelial layer, where both
layers were reported to have positive staining for
cytokeratin'>.

In the present case study, the patient’s
histopathology was reported as CA and confirmed
by a pathologist. There was no mitosis and no
significant nuclear pleomorphism to suggest
malignancy. Unhealthy cartilage was involved,
and a medial margin showed no malignant
changes. An adequate wide local excision biopsy
was performed. Immunohistochemistry showed
that the luminal cells were positive for CK7.

The literature reports that recurrence is rare in a
follow up of 15 years time period 3°. Four out of
41 patients were reported to have recurrence,
and all of them were treated by a second surgery>.
The literature didn’t show any report of malignant
changes for CA. The patient examined in the
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present study was followed up three weeks after
her operation-all wounds appeared to be healing
properly, and no recurrence was noted.

CONCLUSION

The present study describes a patient with a
history of ear blockage, hearing loss and tinnitus
with benign swelling occupying the external
auditory canal (but no history of alarming
symptoms such as facial nerve palsy or excruciating
headaches). Histopathology and immunohistoc-
hemistry of CK7 staining confirmed the benign
nature of it and sufficient evidence to diagnose
CA. No further treatment was necessary once the
diagnosis was established. Recurrence was not
expected after adequate wide local excisions
were performed on the patient.
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