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Eccrine spiradenoma: a case report Case Reports

Espiroadenoma écrino - relato de caso
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ABSTRACT Glaura Tinoco Plata?
Eccrine spiradenoma is a rare benign adnexal epithelial neoplasm characterized by a Anna Luiza Bento Dutra’

. . . . . . . . . i 3,1
bluish-pink, slow-growing solitary nodule, coursing with paroxysmal pain, mainly in you- Thales Pereira Azevedo

ng adults. It is most commonly located in the trunk and extremities. Bleeding and/or
ulceration are common in the giant vascular variant, which is characterized by a size

greater than 2 cm in diameter and a high degree of vascularization seen on histology. ! Plastic Surgeon - Rio de Janeiro (RJ), Brazil

Its clinical characteristics are unspecific and require biopsy with histological analysis for
di is. Tts histol ¢ b hilic intrad 1 lobul 1 di MSc in Pathology from the Universidade

fagnosis. Its histology presents one or more basophilic intradermal lobules enveloped in Federal do Rio de Janeiro (UFRJ) - Rio de
a fibrous capsule without connection to the epidermis. It presents two types of cells: small Janeiro (RJ), Brazil

cells with dark nuclei in the periphery and large cells with light nuclei in the center. An : Physician from the UFRJ

accurate diagnosis is important due to the fact that it can develop into a potentially fatal

malignancy — which is a rare phenomenon and occurs most often in the multiple variant. Dermatologist Physiciani= Rio/de Janeiro

. . . . . . . . (RJ), Brazil
A rare case of eccrine spiradenoma in the abdomen with bleeding associated is described
in the present paper, as well as a discussion on possible treatments.
Keywords: eccrine spiroadenoma, benign epithelial neoplasia, sebaceous glands
RESUMO
Resumo: Espiroadenoma écrino é rara neoplasia epitelial benigna de anexos cutdneos, que se ca-
racteriza por nédulo réseo-azulado solitario de crescimento insidioso, cursando com crises dolorosas
paroxisticas em adultos jovens. Localiza-se preferencialmente no tronco e extremidades. Sangramento
-~ . . . A . Correspondence:

e/ou ulceragdo sdo comuns na variante gigante vascular, caracterizando-se por didmetro superior a GlauraTinoco Plata
2cm e alta vascularizagao na histopatologia. Suas caracteristicas clinicas sdo inespecificas e requerem Rua Voluntérios da Patria, 445, sala 702 -

: : : : : : : : : : fogo
bidpsia com analise histopatologica para diagnostica-lo. Na histopatologia apresentam-se um ou mais Botafog

1opsta com andts patotegica p e patolegia apresen Cep: 22270-000 - Rio de Janeiro (RJ), Brazil
[6bulos intradérmicos basofilicos envoltos em capsula fibrosa sem conexdo com epiderme e apresentam E-mail: gtplata@gmail.com

dois tipos de células: uma pequena, de niicleo escuro, na periferia; e outra grande, de niicleo claro, no

centro. Seu diagnostico acurado é importante, pois pode evoluir para malignidade potencialmente fatal,

0 que, entretanto, é fendmeno raro e ocorre mais frequentemente na variante miltipla. Aqui reporta-

remos uma rara apresentagdo de espiroadenoma écrino no abddmen e com sangramento associado, e

discutiremos suas possiveis abordagens.
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This study was performed at a private
INTRODUCTION practice — Rio de Janeiro (RJ), Brazil.
Eccrine spiradenoma is a benign tumor of the sweat Financial support: None
glands. It was described in 1956 by Kersting and Helwig as an Conflict of interest: None
intradermal nodule, usually solitary, with paroxysmal pain crises.
It occurs mostly in people aged 15 to 35, and most typically on
the chest and face. '-* The tumor is usually covered by skin of
normal or bluish color, and its typical location is the superficial or
deep dermis, but can occasionally be found in the subcutaneous
tissue. Although the face and chest are the most common sites,
the tumor can occur in any body part. ' It is a tumor with a long
medical history and slow growth. * Malignization is rare but can
take place.®
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CASE REPORT

An 82-year-old female patient sought treatment for a
lesion on the abdomen, around one year in development and
with intermittent bleeding during the previous month. On
examination, an erythematous, hardened nodule not adhered to
the deep planes was found. (Figures 1 and 2)

The initial diagnostic hypotheses
amelanotic melanoma, B cell lymphoma, and cutaneous

were sarcoma,
metastasis.

An incisional biopsy was performed, showing diffuse
proliferation of monomorphic ovoid cells, sometimes with
basaloid appearance, arranged in lobes septated by hyalinized
bundles, and compatible with eccrine spiradenoma. The
pathologist suggested the removal of the entire lesion (Figures 3
to 5), as well as new histology. The removal of the entire lesion
was performed in a hospital setting by a plastic surgeon, with the
new histology revealing a benign adnexal neoplasm composed
of solid cell blocks arranged in the dermis, with no connection
to the epidermis (Figure 6). The neoplastic blocks revealed
small epithelial cells with a hyperchromatic nucleus and larger
epithelial cells with pale cytoplasm around the luminal ductal
structures (Figure 7).

FIGURE 1:
Erythematous
nodule with
ulceration in
the abdominal
region

FIGURE 2:
Close-up of the
lesion

FIGURE 3:

The site
where the
exeresis of
the lesion will
be carried out
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DISCUSSION

The eccrine spiradenoma is an uncommon, benign tumor
that arises from the sweat glandular apparatus and is one of nine
painful skin tumors — the others being leiomyoma, neuroma,
dermatofibroma, angiolipoma, neurilemmoma, endometrioma,
glomus tumor, and granular cell tumor. ¢

The tumor occurs either as solitary lesion (in 97% of
cases and can reach a diameter of 5 cm) or as multiple lesions,
which in some cases arise in linear or zosteriform distribution. !,
¢,7The lesions are typically small, well defined, and incorporated
in normal sweat glands. '

The precise etiology of the tumor is uncertain. The
eccrine spiradenoma has never been observed in the glabra
skin and arises as a benign adnexal neoplasm, with little or no
differentiation, and historically assumed as originating from
the eccrine lineage. However, it is known that the tumor
often occurs along with other skin adnexal neoplasias such as:
cylindroma, trichoepithelioma, and trichoblastoma — which
favors the development of a follicle sebaceous-apocrine lineage
rather than eccrine differentiation. Also, if the tumor was truly
eccrine, it would be seen frequently on the palms or soles, rather
than not at all, as in this case.’

The main clinical feature is the presence of pain or
sensitivity in about 91% of the patients, which usually occurs
paroxysmally. It is believed that the pain is linked to small
demyelinated axons that permeate the hyaline stromal mantle.
In 1996, Crinton and Aravindan proposed that the pain could
be related to the contraction of the tumor’s myoepithelial cells,
nevertheless electron microscopy has not proven the existence of
these cells. Several studies have demonstrated the expression of
the immunohistochemical marker S-100 in the tumor, suggesting

FIGURE 4:
Immediately
post-operative

FIGURE 5:
Macroscopic
appearance
of the excised
lesion




Eccrine spiradenoma

FIGURE 6: HE
10x. Benign
adnexal
neoplasm
composed of
neoplasic
blocks
arranged in
the dermis,
without
connection

FIGURE 7: HE
20x. Greater
detail of
neoplasic blo-
cks consisting
of two cell
populations

the existence of a link with neural tissue, since S-100 protein is
generally present in neural crest-derived cells, and chondrocytes,
adipocytes, myoepithelial cells, macrophages, Langerhans cells,
dendritic cells, and keratinocytes. Due to the presence of this
protein in various cell lineages, it is not possible to precisely
establish the relationship with the neural tissue. Nonetheless, a
different study has demonstrated the presence of Langerhans cells
with thin and irregular expansions dispersed among the tumor
cells in the nodule. In a case study carried out by Park et al., ® the
sample was positive for S-100 only in the tumor’s capsule, which
was the exact position of disorganized, thickened nerve fibers.
The authors of that study also confirmed the presence of a neural
element with the positivity of an axon marker. ® The differential
diagnosis should include other causes of painful tumors but also:
anaplastic carcinoma, adenocarcinoma, squamous and basal cell
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carcinomas, and other adnexal neoplasias, such as cylindromas; in
addition to mesenchymal tumors. !,”

There can be a suspicion of malignant eccrine
spiradenoma when there is the emergence of pain that did not
previously exist, increased sensitivity, color change, rapid growth,
or ulceration of a lesion that has remained stable for a long time.
The suspicion of malignization should be thoroughly evaluated
due to the aggressiveness of the malignant tumor, with a
mortality rate that varies between 20% and 39%, and the lymph
nodes, bones, lungs, and brain as main metastasis sites. ', *

Clinical suspicion is useful, however it is not sufficient to
make the diagnosis. The definitive diagnosis will come from the
histology of the skin biopsy. The cytology of a fine needle aspirate
can also confirm the diagnosis.” In the histological examination,
basophilic lobes are seen under smaller magnification due to
the dense nuclei of tumor cells. Under greater magnification,
basaloid cells comprising two distinct morphologies can be seen:
in the first, the cells are larger, clearer, and with ovoid nuclei;
in the second, the cells are smaller, darker, and with compact
hyperchromatic nuclei. 3, ”

The treatment is essentially surgical, with the more
common options being conventional surgery or the Mohs
technique yielding small recurrence rates — and therefore the best
treatment option aimed at preventing malignant transformation. ’

CONCLUSION

The present article reports the finding of a benign eccrine
spiradenoma — a tumor of the sweat glands, with a poorly-
defined etiology. The eccrine spiradenoma is a rare tumor that
can emerge in various clinical forms. Its diagnosis is crucial due
to the potential for malignant transformation of these lesions,
especially in cases of multiple or symptomatic lesions. Malignant
eccrine spiradenoma can be lethal if not diagnosed and treated,
and a high index of suspicion is necessary in any benign lesion
that rapidly changes its characteristics, i.e. consistent with a
longstanding disease. Case reports, like the present, are important
to maintain heightened suspicion regarding the diagnosis of
this rare condition and in assisting in guiding an appropriate
approach. e
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