An Unusual Presentation of
Multiple Hidrocystomas
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An 85-year-old man sought treatment of multiple
nontender bluish papules of 3 years’ duration on
the forearms, forehead, and temples. On physical
examination, blue-tinged, semitranslucent, dome-
shaped papules were noted. Workup revealed
multiple hidrocystomas. We discuss the findings
in our patient and review the literature.
Cutis.201.1;88:178-181.

Case Report

We report an 85-year-old man who presented with
multiple nontender bluish papules of 3 years’ duration
on the forearms, forehead, and temples (Figure 1).
He stated that these papules waxed and waned, but
he could not recall if they changed in size with per-
spiration. His medical history included hypettension,
benign prostatic| hypertrophy, actinic keratosis, and
hypopituitarism. Thirty years prior he had under-
gone a hypophysectomy and radiation therapy for a
pituitary adenoma. His medications included lisino-
pril, hydrochlorothiazide, tolterodine, cortisone, syn-
throid, and testosterone. Laboratory tests drawn a
month prior to his visit revealed no abnormalities in
the free serum thyroxine level.

On examination, he had 10 to 15 blue-tinged,
semitranslucent, dome-shaped papules measuring
approximately 4 mm in diameter on the bilateral
forearms. Three similar lesions also were present on
his forehead and temples.
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A biopsy obtained from a lesion on the right fore-
arm revealed a unilocular cystic space with 2 layers
of cuboidal to flattened epithelium, consistent with
a hidrocystoma. There was an absence of decapita-
tion secretion and bulbous protrusions, suggesting
the origin of the cyst was likely eccrine (Figure 2).
Immunohistochemical studies were not performed.

Comment

Hidrocystomas are"benign cystic tumors of the skin
that originatenfrom apocrine or eccrine secretory
glands. Apocrine hidrocystomas have principally
been reported as solitary lesions,! whereas eccrine
hidrocystomas are at times further classified as either
solitary (Smith type) or multiple (Robinson type).
The classic multiple type of eccrine hidrocystomas
was first described in” 1893,by Robinson” in a large
number of patients who had multiple lesions/located
around their~periorbital’ and’ malar areas. These
patients primarily were women who tended to work
in hot humid environments.? In 1973, Smith and
Chernosky’ described a group of patients who primar-
ily exhibited solitary lesions with an equal distribution
between males and females. Notably, the division of
hidrocystomas into apocrine or eccrine is somewhat
controversial because immunohistochemical stains
have shown that the distinction is not always reliably
made by light microscopy.'*

Both apocrine and eccrine hidrocystomas typi-
cally present as painless cysts that range in color
from flesh toned to brown to bluish black. They are
almost always found on the head and neck, espe-
cially on the eyelid and lateral canthus. Apocrine
hidrocystomas often are darker in color and less
likely to be periorbital.*® Apocrine hidrocystomas
range in size from 3 to 15 mm. Eccrine hidrocysto-
mas generally are smaller, but giant eccrine hidro-
cystomas have been reported.” Multiple eccrine
hidrocystomas often show a waxing and waning
course and increase in size and number with exer-
cise or exposure to heat and humidity.® Apocrine
hidrocystomas do not show similar variability in
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Figure 1. Nontender, bluish, semitranslucent, dome-
shaped papule on the forearm (A), left temple (arrow)(B),
and forehead (arrow)(C).

hot weather. It is thought that eccrine hidrocysto-
mas result from dilatation of eccrine ducts, whereas
apocrine hidrocystomas may result from dilatation
of apocrine ducts or represent adenomas of apocrine
sweat gland coils.!”

The clinical differential diagnosis for hidrocys-
tomas includes epidermal inclusion cysts, cutaneous
focal mucinosis, hemangiomas, blue nevi, syringomas,
milia, melanoma, and pigmented-type cystic basal
cell carcinomas.’® Because many of these lesions have
a similar appearance on physical examination and
carry different prognostic importance, biopsy of the
lesions is essential for correct diagnosis.’
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Figure 2. Unilocular cyst with 2 layers of cuboidal to flat-
tened epithelium/and ‘absence of decapitation secretion
and bulbous protrusions (A and B)(H&E; original magni-
fications X40 and X200, respectively).

Histologically, apocrine hidrocystomas appear as
unilocular to multilocular cysts lined by 1 to sev-
eral layers of cuboidal to columnar epithelial cells
surrounded by perpendicularly oriented myoepi-
thelial cells.!! The luminal cells exhibit bulbous
or papillary protrusions and luminal decapitation-
type secretion. They are less frequently unilocular.
Eccrine hidrocystomas, on the other hand, primarily
are unilocular and lined by 2 layers of cuboidal or
flattened epithelium.!

Nevertheless, the classification of hidrocystomas
as apocrine or eccrine is difficult and somewhat
controversial. There are reports of hidrocystomas
diagnosed as eccrine with light microscopy, only
to have immunohistochemical studies reveal the
expression of apocrine antigens.” High intralumi-
nal pressure within some apocrine hidrocystomas
may cause their epithelial lining to become flat-
tened, thus mimicking eccrine hidrocystomas in
appearance.!? Therefore, the definitive diagnosis
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of apocrine versus eccrine hidrocystoma is best
withheld until immunohistochemical studies have
been performed.”!?

The different histogenetic derivations of sweat
gland systems allow for unique immunohistochemi-
cal stains to assist in classifying hidrocystomas.
de Viragh et al’ examined 24 tissue samples previ-
ously diagnosed as either eccrine hidrocystoma or
apocrine cystadenoma. The authors used human
milk fat globulin 1, a-smooth muscle actin, and
keratin markers to establish 3 separate categories of
sweat gland tumors: eccrine hidrocystomas, apocrine
hidrocystomas, and apocrine cystadenomas. Their
results suggest that eccrine cystic tumors are of
ductal origin (eccrine hidrocystomas), whereas apo-
crine cystic tumors may be either ductal (apocrine
hidrocystomas) or derived from apocrine secretory
coils (apocrine cystadenomas).” Another study used
S-100 protein that is found in the secretory cells
of the eccrine sweat gland to show that cases of
multiple eccrine hidrocystomas_were. S-100, protein
negative, thus indicating ductal origin.* Stains with
anti—carcinoembryonic antigen have not been useful
in differentiating between hidrocystomas.”

The few reported cases of multiple hidrocystomas
have been limited to the head, neck, and axillae.
Even reports of solitary hidrocystomas are limited to
the head and neck with a few unusual presentations
on the finget,'*!° rectum,!” pericoccygeal region,'®
penis,'*?° vulva,>and axilla’' (Table). The ptesenta-
tion of a hidrocystoma, single or multiple, involving
the forearms is unusual.

Notably, multiple hidrocystomas may be markers
of 2 rare inherited syndromes of ectodermal dyspla-
sia: focal dermal hypoplasia (Goltz syndrome) and
Schopf-Schulz-Passarge syndrome.?! Schopf-Schulz-
Passarge syndrome is characterized by multiple eyelid
hidrocystomas, hypodontia, hypotrichosis, palmo-
plantar hyperkeratosis, and onychodystrophy. The
pattern of inheritance of Schopf-Schulz-Passarge
syndrome is considered autosomal recessive, but
sporadic cases have been reported.!>?> Characteristic
cutaneous features of focal dermal hypoplasia, or
Goltz syndrome, include atrophic linear hypopig-
mented or hyperpigmented patches, telangiectases,
multiple papillomas of the skin, and anomalies
of apocrine glands often manifesting as multiple
hidrocystomas.”” There also are numerous facial and
skeletal abnormalities as well as cardiopulmonary,
gastrointestinal tract, and genitourinary disorders.
Goltz syndrome is considered an X-linked dominant
trait.”* Our patient had no other cutaneous findings
suggestive of a larger syndrome. Multiple eccrine
hidrocystomas have been reported in the setting of
Graves disease.’ It is believed that the hyperhidrosis
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Summary of Unusual Locations
of Hidrocystomas

Location Type Reference

Finger Apocrine  Numata et al'4
Santos-Juanes et al'®
De Fontaine et al'®

Rectum No type Erbay et al'”

Pericoccygeal Apocrine  Chin et al'®

region

Penis Apocrine  Mataix et al'®
Samplaski et al®®

Vulva Eccrine Kamishima et al'®

Axilla Apocrine  Obaidat and
Ghazarian®'

associated with hypérthyroidism causes subsequent
sweat retentionsln one reported case, correction of
the thyroid wvalues to within reference range caused
rapid disappearance of the associated skin/lesions.®

The treatment of hidrocystomas is challenging
due to the cosmetic location and often large num-
ber of lesions present. Aggressive surgical removal
may lead to considerable scarring, and individual
puncture and drainage of the lesions is associated
with a high rate of recurrence. Hyfrecation or elec-
trodesiccation has been used in treatment with some
success."” Pharmacologic therapy aimed at reducing
sweat production with topical as well as systemic
anticholinergics such as atropine, scopolamine, and
glycopyrrolate has been utilized in treatment of
multiple hidrocystomas,”?? but these medications
may cause anticholinergic side effects such as blurry
vision and nausea.”” Successful treatment with a
1450-nm diode laser”® and a 585-nm pulsed dye
laser” has been reported. However, not all reports
of treatment with pulsed dye lasers have been suc-
cessful.’® Other investigational treatment modalities
include trichloroacetic acid’ and botulinum toxin
injection.”? Avoidance of hot and humid environ-
ments is therapeutic for many patients who exhibit
seasonal variability in symptom:s.
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Conclusion

We report an unusual case of multiple hidrocystomas
of the forearms. Although histologic examination
suggests an eccrine origin, definitive classifica-
tion is best reserved until after immunohistochemi-
cal examination.
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