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CASE REPORT
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Erosive adenomatosis of the nipple (EAN), also known as nip-
ple adenoma, florid papillomatosis, or papillary adenoma of
the nipple, is a benign neoplasm originating from a lactif-
erous duct of the breast. Although the potential for malignant
change is invariably negligible, the nature of the disease is
quite intractable despite several treatment methods. Surgical
excision is known as the treatment of choice, but this in-
vasive approach is generally not acceptable to the vast ma-
jority of patients due to the cosmetic outcomes. Cryosurgery
could be an alternative choice to preserve the structure of the
nipple-areola complex, though its application has not been
studied due to the paucity of cases. A 22-year-old female
presented with a unilateral, crater-like erosion of the left nip-
ple with serosanguineous discharge. The skin biopsy re-
vealed proliferation of tubular structures, which corre-
sponded to EAN. She was treated with 4 sessions of cryosur-
gery (open cryospray with liquid nitrogen) over 6 months,
and the skin lesion resolved completely without any re-
currence for 12 months. Although further study is required to
determine the optimal treatment regimen for EAN, cryosur-
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gery should be considered as an effective option to surgical
excision. (Ann Dermatol 33(2) 182~ 185, 2021)
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INTRODUCTION

Erosive adenomatosis of the nipple (EAN), a challenging
disease for both physician and patient, is a rare condition
occurring in middle-aged females'. Although it is usually
benign, its destructive process and frequent recurrence are
considerably detrimental and negatively affect patient’s qual-
ity of life. Complete surgical excision is the first choice in
treatment, but the postoperative deformity and loss of lac-
tation ability make patients reluctant to accept this invasive
method®. Some reports have suggested multipronged min-
imally invasive methods, however; these various approaches
are not equally applicable because of limited feasibility for
each case and the need for exquisite surgical technique.
Furthermore, these methods are still classified as “surgica
treatment, which could present a psychological burden for
the patient. An alternative choice could be cryosurgery,
which could selectively destruct the lesional tissue and be
suitable for patients with anxiety concerning surgery. Cur-
rently, only 2 cases of EAN treated with cryosurgery have
been reported“. Herein, we report a case of EAN in a
young female patient successfully treated with cryosurgery
without further recurrence.
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CASE REPORT

A 22-year-old female presented with a localized skin le-
sion on the left nipple. It initially appeared 5 years ago,
beginning with focal erosion at the left nipple, and then
gradually destroying almost half of the nipple structure.
She had used various topical agents without sustained
remission. Before visiting our clinic, a physical examina-
tion in the breast-surgery department identified an in-
cidental breast mass. Core-needle biopsy revealed only fi-
brocystic changes, and the patient was referred to the der-
matologic department for evaluation of the skin lesion on
the left nipple. Physical examination revealed a widely
sloughed-off nipple with a fresh red-colored wound base,
showing as localized erosion with serosanguineous dis-
charge (Fig. 1).

A skin biopsy revealed prominent hyperplasia of the di-
lated tubular structures from the eroded surface of the epi-
dermis through the deep dermal layer. The tubular com-
ponents were of various sizes and composed of layers of

Fig. 1. Localized erosion of the left nipple presenting with fresh
red colored base with bloody discharge. We received the patient’s
consent form about publishing all photographic materials.
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cuboidal cells with a few detached cell aggregates in the
lumina, but no cellular atypia or pleomorphism was ob-
served (Fig. 2). The patient was diagnosed with EAN. We
proposed surgical excision, but the patient declined due
to concern with unsatisfactory cosmetic outcomes and
anxiety concerning the invasive procedure. Cryosurgery
was selected as an alternative. Using open cryospray with
liquid nitrogen, we utilized a double freeze-thaw cycle
per treatment session. Each freezing cycle was applied for
30~ 35 seconds until lateral spreading from the central le-
sion appeared. After 2 sessions (3 months after the initial
treatment), nearly half of the eroded surface was im-
proved, showing reepithelialization without any discharge.
Two additional treatment sessions were performed, and
the skin lesion almost completely healed with only a tiny
slit-like hole remaining four weeks after the final treatment
(Fig. 3). The total treatment period was six months. The
patient was cosmetically satisfied with the treatment out-
come and there has been no recurrence for 12 months.

DISCUSSION

EAN was first described as “benign intraductal papilloma”
in 1951 by Haagensen et al’. It is classified as an apocrine
glandular neoplasm originating from a lactiferous duct in
the nipple-areola complex®. Unilateral erosion with a se-
rosanguineous or bloody discharge of the nipple is a char-
acteristic clinical feature, with varying lesional size. In his-
tologic findings, highly proliferating tubular structures are
embedded mainly in the dermis, altering the epidermal
structure by growing to the surface of the nipple. Though
it has a locally destructive clinical nature, its malignant
potential is not apparent and several studies showed con-
troversial results'”.

Unlike our patient, most EAN has been reported to occur
in middle-aged females®. However, appearance in ado-

Fig. 2. (A) Prominent hyperplasia of the dilated tubular structures from eroded surface of epidermis through deep dermal layer (H&E,
% 20). (B) Numerous tubular components with various sizes but no atypia or pleomorphism, which composed of layers of cuboidal
cells with a few of detachment of cell aggregates in lumina (H&E, x100).
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Fig. 3. (A) Improvement at 3 months after 2 sessions of cryosurgery. (B) Complete clearance with only a tiny slit-like opening remaining

after 2 more consecutive cryosurgery sessions.

lescence or young adulthood is possible and there is even
one report of EAN in an 8-year-old patient’. Furthermore,
males may also be affected by EAN, although these are ex-
tremely rare cases, so the clinical or prognostic differences
have not been studied yet'’.

Considering its aggressive, recurrent features such as ulcer
and bleeding, differentiation from other malignant disease
should be clarified by histologic examination. In partic-
ular, Paget’s disease and adenocarcinoma of the breast
should be ruled out at initial evaluation. The microscopic
findings are the most valuable evidence in differentiating
EAN from these other diseases.

To date, only two reports have been found on the use of
cryosurgery as a treatment option for EAN**. The first case
was a senile female patient who refused the surgical ap-
proach, so the author offered two sessions of cryosurgery,
and the entire lesion healed without any further re-
currence®. The other case was a young female patient suc-
cessfully treated with only 1 session of cryosurgery’. Notably,
the latter patient recovered lactational function and was
able to breastfeed her baby. Given the good results and
lack of long-term recurrence in these cases, we chose cry-
osurgery in this case and the outcome has been sat-
isfactory for 1 year.

In addition to the benefit of the minimally invasive ap-
proach, cryosurgery may exhibit an advantage with se-
lective tissue destruction. It has been demonstrated that
adnexal structures (hair follicles, nerves, glandular struc-
tures) are more susceptible to freezing conditions'"'?.
Considering the main pathologic feature of EAN, which is
mainly composed of glandular epithelium, we speculated
that cryosurgery could more selectively destroy the abnor-
mal tissue.

The traditional surgical approach with wide excision of
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the nipple-areola complex has limited usefulness due to
unsatisfactory cosmetic outcomes and patient reluctance,
especially in younger people. Various reports have in-
troduced alternative surgical techniques using minimal
wedge excision, purse string sutures, and Mohs micro-
graphic surgery'”"”. Although each method has potential
benefits many patients have anxiety concerning any pro-
cedure described as ‘surgical’. In our case, the initial skin
lesion was quite large and the likely postoperative out-
come did not meet with the expectations of our patient.
Therefore, we concluded that cryosurgery would be the
most appropriate and feasible approach in this circums-
tance.

Our case supports the favorable treatment outcomes of
cryosurgery seen in previous reports of EAN. Of course,
there is still no consensus or standardized procedure for
cryosurgery and different procedures were reported in the
two previous cases and in our case. Furthermore, assum-
ing the deep infiltrative nature of EAN, the issue with re-
currence after cryosurgery is unambiguously unsolved.
However, cryosurgery could be an alternative treatment
option and deserves further attention. Although the surgi-
cal treatment is rather straightforward and has the advant-
age of radical removal of the entire lesion, physicians
need to be prudent and consider an individualized ap-
proach for each patient. In this regard, we carefully rec-
ommend cryosurgery as an alternative option for treat-
ment of EAN.
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