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Abstract

Observation: Ceruminous glands are tubuloalveolar apocrine glands in the external auditory
meatus.  A 42-year-old man presented with a three-month history of a painless mass at the right
ear lobe. No history of trauma was noted. On physical examination, a non-ulcerated mass was
seen on the external ear lobule. A complete local resection was performed. Histological
examination showed a low-grade apocrine adenocarcinoma with occasional mitotic activity.
Immunohistochemically, the tumor showed AE1-3, cytokeratine 7, S100, and GCDFP15 expression.
Ceruminous adenocarcinomas are located in external auditory meatus. Few apocrine carcinomas
were seen on the ear in previous studies, except in the external auditory canal. Apocrine and
ceruminous adenocarcinomas possess glandular structure with evidence of apocrine
differentiation. Localization, as in our case, is uncommon. Histological appearance resembled a
ceruminous carcinoma. Although there is no apocrine gland at the ear lobule, because of the
localization and histological appearance, it is better to designate such tumors as ceruminous
adenocarcinomas.

Introduction 

The external ear (EE) is essentially a cuta-
neous structure composed of keratinizing,
stratified squamous epithelium with associa-
ted cutaneous adnexial structures that in-
clude hair follicles, sebaceous glands, and
eccrine sweat glands. In addition to the hair
follicles and sebaceous glands, the outer third
of the external auditory canal is noteworthy
for the presence of modified apocrine glands
(called ceruminous glands) that replace the
eccrine glands seen in the auricular dermis.
Ceruminous glands produce cerumen and
are arranged in clusters composed of cuboi-
dal cells with eosinophilic cytoplasm [1]. 
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Figure 1. Low magnification shows keratinized squa-
mous epithelium overlying an unencapsulated neoplas-

tic proliferation of apocrine glands that form the
glandular structure (Hematoxylin-Eosin, original mag-

nifications ×40).



A malignant tumor of the EE is a rare di-
sease, its incidence is approximately one per
1,000,000 people. The most common malig-
nant tumor of the EE is squamous cell carci-
noma (82%), and most of the remaining
tumors are of glandular origin [2]. Tumors
arising from ceruminous glands have been
reported. Ceruminous adenocarcinomas are
a malignant subtype of ceruminous glands
[3, 4]. 

Primary cutaneous apocrine carcinoma
(PCAC) is also a rare malignancy. Only a few
cases have been reported at the ear [5, 6].
Local recurrence and locoregional lymph
node metastasis are relatively frequent in
PCAC [6, 7]. 

Case Report 

A 42-year-old man presented with a three-month
history of a painless mass at the right earlobe. No
history of trauma was noted. On physical exami-
nation, a non-ulcerated mass was seen on the ex-
ternal ear lobule. A complete resection was
performed.

Macroscopically 2x2cm in dimension, a well-de-
marcated spherical mass was seen under the epi-
dermis. Histologically the tumor consisted of
stratified or single-layered tumor cells with irregu-
lar tubular architecture (Figure 1). These cells
showed abundant granular eosinophilic cytoplasm
and apical snouts consistent with cells of apocrine
derivation (Figure 2). There were moderate atypia
and occasional mitotic activity. The tumor had in-
filtrated to the upper dermis (Figure 1). Hyalini-

zed desmoplastic stroma was seen. There was no
perineural or vascular invasion. 

Immunohistochemically, the tumor showed AE1-
3, cytokeratine 7, S100, and GCDFP15 expression
(Figure 3). P53 and ki-67 showed moderate posi-
tivity. There was no staining with p63. After two-
year follow-up, there was no evidence of disease.

Discussion 

The external ear consists of the auricula, the
external auditory canal, and the outer part of
the tympanic membrane. Most glandular tu-
mors of EE originate from the external audi-
tory canal. The normal external ear canal is
an S-shaped passage measuring about 2.5
cm, lined by a very thin squamous mucosa
covering scant fibrous stroma containing
both sebaceous and modified apocrine-type
ceruminous sweat glands. The ceruminous
glands are deep within the dermis, usually
close to the cartilage, which is present in the
outer one-third to one-half of the canal. Ce-
ruminous glands are absent in the auricula
and the inner portion of the external auditory
canal [1]. 

Ceruminous gland tumors are uncommon le-
sions arising from the external auditory canal
[3, 8, 9, 10]. Benign ceruminous gland tu-
mors are less frequent than malignant tu-
mors, but in the literature the largest number
of ceruminous gland tumors reported was ce-
ruminous gland adenomas [9]. Reports about
malignant tumors are anecdotal single case
reports. Only about 100 cases have been re-
ported in the literature [3, 11, 12]. There are
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Figure 2. Carcinoma forms glandular structures with
apocrine differentiation (Hematoxylin-Eosin, original

magnifications ×400).

Figure 3. Tumor cells show GCDFP15 expression im-
munohistochemically (original magnification ×400).



particular difficulties in the laboratory and in
the clinical approach to ceruminous gland tu-
mors, because the true incidence and beha-
vior of these rare tumors are still unclear.

Ceruminous gland adenomas demonstrate
glands lined by tubuloglandular proliferation
of the inner ceruminous cells subtended by a
spindled to cuboidal myoepithelial layer [9].
In some cases, hyalinized stroma may be
seen, which causes misdiagnosis as a carci-
noma [9, 10]. 

In the literature, malignant tumors of the ce-
ruminous glands are listed as ceruminous
adenocarcinomas, adenoid cystic carcinomas,
and mucoepidermoid carcinomas. Cerumi-
nous adenocarcinomas possess a glandular
structure with evidence of apocrine differen-
tiation and infiltration not otherwise speciali-
zed. There are no myoepithelial cells at the
outer part of the glandular structures.

Immunohistochemically, ceruminous tumors
show pan-cytokeratine, cytokeratin 7, S-100,
and GCDFP15 positivity. In adenomas, the
outer myoepithelial cells show p63 positivity
[9]. The ki-67 and p53 expression is higher in
adenocarcinomas.

PCACs are rare and incompletely studied
neoplasms. The largest series of PCACs con-
sisted of 24 cases. Apocrine carcinoma of the
ear is extremely rare. In the largest series,
only one apocrine carcinoma was reported
[5]. There are neither apocrine nor cerumi-
nous glands at the ear lobule histologically. 

Both apocrine carcinomas and ceruminous
carcinomas have a recurrence of nearly 50%
[5, 6, 7, 8, 13]. Distant metastasis of apoc-
rine carcinoma is nearly 24% [5]. Recurrence
is mostly seen for low-grade ceruminous-type
adenocarcinomas. Metastasis is rare. There-
fore, for patient follow up and prognosis, it is
very important to differentiate these two tu-
mors. 

The nomenclature and diagnosis of our tumor
is difficult, because the tumor was low-grade
and the localization was the ear lobule. In our
case, histological appearance, the infiltration
of the upper dermis, and a lack of myoepithe-
lial cells at the outer edge of the glands (p63
negativity) demonstrate malignancy. The de-
capitation secretion into the luminal space by
glandular cells with abundant granular eosi-
nophilic cytoplasm and GCDFP15 positivity

showed an apocrine nature. The histological
appearance and the localization were evalua-
ted together, and the case was diagnosed as
ceruminous adenocarcinoma of the ear lo-
bule. We speculate that the auricula and ex-
ternal auditory canal should all be addressed,
and all of the apocrine tumors at the external
ear must be diagnosed as ceruminous adeno-
carcinoma although, to support this thesis, it
is necessary to perform studies with a wide
range of series. 
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