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Erosive adenomatosis of the nipple
Adenomatose erosiva do mamilo
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Abstract: Erosive adenomatosis of the nipple is a complex benign mammary proliferation that can be
misdiagnosed as a malignant mammary neoplasm. The most common clinical presentation includes dis-
charge, erythema, erosion and crusting. The process is usually asymptomatic. It resembles benign con-
ditions such as contact dermatitis, psoriasis and infections, but its main differential diagnosis is Paget's
disease. Treatment is usually surgical and the prognosis is excellent.

Keywords: Adenoma; Breast; Breast Diseases; Histology

Resumo: A adenomatose erosiva do mamilo ¢ uma complexa proliferacao benigna mamaria que pode
ser confundida com neoplasias malignas da mama. A apresentagao tipica cursa com descarga mamaria,
eritema, erosio e formagao de crostas. O processo é geralmente assintomatico e de instalacio insidiosa.
A adenomatose erosiva do mamilo pode ser confundida com condicdes benignas, como a dermatite de
contato, psoriase e infeccoes, mas seu principal diagnoéstico diferencial € a Doenca de Paget. O tratamen-
to € cirurgico e o prognodstico, excelente.

Palavras-chave: Adenoma; Doencas mamadrias; Histologia; Mama

INTRODUCTION

Erosive adenomatosis of the nipple (EAN) is a
rare disease caused by a complex proliferation of the
lactiferous ducts that affects primarily middle-aged
women. " It can be confused clinically with Paget’s
disease and histologically with malignant mammary
neoplasia and sweat gland tumors. ** A correct diagno-
sis is fundamental to avoid unnecessary major surgery,
which can increase treatment morbidity and harm the
patient. "*¢

CASE REPORT
A 43-year-old female patient was referred to the
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Dermatology Service with a lesion on her right nipple.
She reported that after giving birth five years previous-
ly there had been a steady increase in the size of this
nipple, accompanied by itching, pain, superficial
ulceration and a serosanguineous discharge. She
described improvements followed by a deterioration
of the clinical picture and had used various topical
products and oral antifungal agents without any
improvement. There were no systemic symptoms or
comorbidities. Physical examination revealed a nodu-
lar, erythematous, friable lesion affecting the whole
right nipple with superficial ulceration and crusting in
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places (Figures 1 and 2). Breast palpation failed to
reveal any masses, and clinical axillary lymph node
examination was negative.

Gram stain revealed the presence of Gram-pos-
itive cocci and bacilli. Ziehl-Neelsen stain did not
reveal acid-alcohol fast bacilli, and direct microscopic
examination failed to reveal fungi. The findings of a
mammography performed in the same year were
benign.

Pathological examination revealed glandular
formations aligned in a double layer of epithelial cells.
The glands were lined with apocrine metaplastic
epithelium formed by cuboidal cells with eosinophilic
cytoplasm and an eosinophilic secretion produced by
cell decapitation. The basal layer was made up of
myoepithelial cells. This proliferation affected the
whole dermis, suggesting a diagnosis of EAN (Figures
3 and 4).

The lesion was excised and the wound healed
by second intention. The patient is currently being
followed up.

DISCUSSION

Initially described as florid papillomatosis of
the nipple (FPN), the disease has been known by
many names since it was first reported by Jones in
1955. “* In 1962 Handley and Thackray questioned
Jones’ findings because the original micrographs
showed an adenomatous lesion. ' Shortly afterwards,
Le Gal called the condition “erosive adenomatosis”
because of the erosive nature of the lesion. "**’ The
following names can be found in the literature: ero-
sive adenomatosis of the nipple, papillary adenoma of
the nipple, florid adenomatosis, florid papillomatosis
of the nipple, subareolar duct papillomatosis, superfi-
cial papillary adenomatosis of the nipple and adeno-

FIGURE 1: Front view: increased nipple volume, with erythema,
superficial ulceration and crusting
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FIGURE 2:
Lower view:
increased nip-
ple volume,
with erythema,
superficial
ulceration and
crusting

ma of the nipple, among others. ">*>” Currently, the
most commonly used term is erosive adenomatosis of
the nipple (EAN). *

EAN is a rare, complex, benign proliferation of
the lactiferous ducts. * It occurs predominantly in
women between forty and fifty years of age, with an
average age of 45 years. "**7* It can on rare occasions
be found in men and children "*>’®. Because of its
insidious development, it is frequently found by
chance and is usually diagnosed late. **

The lesion can be completely asymptomatic. *>°
In patients who present with symptoms, the most com-
mon clinical findings are, in decreasing order, breast
discharge (which can be serous, bloody or serosan-
guineous), crusting, erosions, the presence of nodules,
pain and/or itching, edema and erythema. *>”" In
the initial stages, the nipple can present with erosion,
inflammation, erythema and a “broken” appearance.
Itching and pain may be present during this phase. **”
> Symptoms may be exacerbated during the premen-
strual period. ** During this stage the disease is clinical-
ly indistinguishable from Paget’s disease of the breast.
At a later stage the nipple has a firm (hard or elastic),
nodular, deformed appearance like in our patient,
allowing a differential diagnosis with other diseases. "
#4272 The disease usually occurs on one side only, but
there are reports of lesions on both nipples. ’

Histological examination is fundamental for a
diagnosis. ¢ Histologically, the lesion is characterized
by intraductal proliferation invading the adjacent stro-
ma. "' The most striking characteristic is the presence
of two cell populations: an internal layer of cuboidal
epithelial cells with an apocrine secretion and an
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FIGURE 3: Glandular proliferation in the skin layers (HE, 40X,
zoom 3.0X)

external layer of contractile myoepithelial cells. "****

Erosion and ulceration may be present in 50% of
cases, and keratin cysts in less than 50%. "> *°
Cytological examination of the lesion can be per-
formed; however, as it can be difficult to distinguish
this kind of adenomatosis from intraductal papillomas,
a biopsy remains the gold standard for diagnosis. "

Most authors consider the disease to be benign,
with a risk of malignancy comparable to that in the
rest of the female population. However, some main-
tain that the probability of developing neoplasms is
still uncertain, and there are reports that the condi-
tion it is associated with and can progress to malig-
nant disease. "7 ' " The above authors agree with
most studies advocating a mammography or ultra-
sound examination for these patients. >*"

Immunohistochemistry tests and immunoper-
oxidase stains can be useful in establishing a differen-
tial diagnosis with malignant diseases. ** Anti-cytoker-
atin 1 antibody stains luminal epithelial cells, and anti-
actin, vimentin and glial fibrillary acidic protein bind
to the myoepithelial layer. "'* > According to Moulin et
al *, the essential difference between mammary carci-
noma and EAN is that myoepithelial cells are not
stained by anti-actin antibodies in the former.
However, this method may not be useful in differenti-
ating between EAN and other benign mammary prolif-
erative lesions. ” Immunohistochemical studies were
not carried out here as the diagnosis was typical.

There are many differential diagnoses for EAN,
including inflammatory, infectious and neoplastic dis-
eases. * Clinically, the most important differential diag-
nosis is with Paget’s disease, while histologically it is
with malignant mammary neoplasms and tumors of
the apocrine glands. ">
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FIGURE 4: Apocrine glandular epithelium with decapitation
secretion showing the two apocrine glandular cell populations
(HE, 400X, zoom 3.0X)

In the past, diagnostic errors led to unnecessary
major surgery, increasing treatment morbidity. "’
Nowadays, the treatment of choice is a simple resec-
tion of the tumor with a local anesthetic. *7>'" A cura-
tive excision usually removes the whole nipple as well
as the underlying tissue. The nipple can then be
reconstructed. Resection usually changes the ductal
architecture, and women of childbearing age can lose
the ability to breastfeed with this nipple after resec-
tion. ' There are reports of recurrence when the exci-
sion is incomplete. "> EAN can be treated with
cryosurgery, and there are descriptions in the litera-
ture of successful treatment using this technique with
two 45-second cycles followed by repeat treatment 2
months later. *** There was no relapse in seven years.
Mohs micrographic surgery (MMS) is a good treatment
choice for localized disease as it allows the tumor to
be excised completely, thus reducing the risk of recur-
rence, while at the same time allowing the breast
structure to be preserved. Subsequent reconstruction
can therefore be more easily performed, a factor that
can be of particular importance for women of child-
bearing age. A purse-string suture can be used to close
the incision after circular excision of the lesion. **

Although a rare condition, EAN has been gain-
ing ever greater recognition. The role of the dermatol-
ogist in the diagnosis and treatment of the disease has
become increasingly important in recent years as a
result of reports of successful treatment with cryother-
apy and MMS. It is therefore important that dermatol-
ogists, dermatological surgeons and dermatopatholo-
gists are familiar with this condition. Q
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