Letters to the Editor

Recurrent attacks of lymphangitis play a critical role,
leading to obstruction and insufficient lymphatic
drainage. In our case the presence of ophthalmopathy,
hyperthyroidism and the typical localization of lesions
let us to diagnosis this elephantiasis as an extremely
rare form of thyroid dermopathy: increased levels of
glycosaminoglycans cause compression and occlusion
of small local lymphatics leading to the accumulation
of fluid, swelling and dermal edema.[4] The initiating
factor for development of elephantiasis has been
patient’s immobility but obesity also has contributed:
excessive adipose tissue impaired lymphatic flow led
to the accumulation of protein-rich fluid, fibrosis,
inflammation and susceptibility to the infection.
Elephantiasis’ therapy is a challenge. In our case,
a conservative therapy has been adopted to reduce
venous stasis and edema using compression stockings
and elastic bandages combined with organic diuretics.
Oral itraconazole (200 mg per day) and amoxicillin plus
clavunalate (1 g twice daily) have been the winning
weapons in reducing the local infections. Systemic
retinoid therapy hasn’t been deemed appropriate
due to hyperlipidemia demonstrated by laboratory,
thus it has been necessary to use topical urea-based
keratolytics.[5] In order to defeat the development of
the disease, our patient was also started on treatment
for obesity and hyperthyroidism. After 2 months a
moderate improvement was shown. Elephantiasis
nostras verrucosa is a poorly understood disease
leading to debilitating deformities. To our knowledge,
this is one of the few cases reported in literature,
in which on the background of a Graves’ disease
a precipitant factor, as immobility and obesity,
determine the impairment of lymphatic flow leading
to elephantiasis.[4,5]
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Cutaneous lymphadenoma
Sir,
Cutaneous lymphadenoma is an uncommon benign
epithelial neoplasm with a prominent lymphoid
infiltrate in the tumor nests. It was first described by
Santa Cruz in 1987 under the name of lymphoepithelial
tumor of the skin. To date, about 40 cases of cutaneous
lymphadenoma have been reported, with very
rare occurrence in the Asian population. The case
described here represented a Chinese example of this
peculiar neoplasm.
A 20-year-old Chinese man presented with an
asymptomatic solid nodule on his left cheek. The
nodule was reported to be slowly increasing in size
for the past 7 years [Figure 1]. On examination, the
pink nodule was of 8 mm in diameter with a smooth
surface. He was otherwise in good health. The clinical
impression was dermatofibroma and an excisional
biopsy was performed.
Histopathologically, the biopsy revealed a wellcircumscribed unencapsulated intradermal lesion with
multiple irregularly shaped epithelial lobules embedded
in a dense fibrous stroma [Figure 2]. The lobules had
a peripheral rim of basaloid cells with pale center
sprinkled with lymphocytes. No connection with the
overlying epidermis on consecutive sections was found.
Immunohistochemistry study showed that the cells
in the lobules were positive for Pan-CK and EMA
but negative for CEA. S-100 and CD1a stain revealed
positive cells scattered within the epithelial lobules,
whereas Ck20 and CD30 stains were negative. The
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Figure 2: (a) Low power image of the intradermal neoplasm
(H and E, ×40). (b) Lobules were composed of palisading array
of basaloid cells and central large cells with lymphocyte infiltrate
(H and E, ×200)

Figure 1: Pink nodule on the left cheek of the patient

lymphoid cells were positive for CD3 and negative for
CD20. The diagnosis of cutaneous lymphadenoma was
made according to the histopathological features and
immunohistochemical findings.
Cutaneous lymphadenoma is an uncommon adnexal
tumor with distinctive histologic features which
consist of multiple lobules with peripheral palisading
basaloid cells, prominent stroma and lymphocytic
infiltrate within the lobules. So far, more than 40 cases
of cutaneous lymphoadenoma have been reported,
with considerable debate regarding the pathogenesis
of this rare neoplasm. Santa Cruz et al., originally
suggested this lesion with immature pilosebaceous
differentiation, while others considered that it
represented an unusual variant of basal cell carcinoma
or trichoepithelioma.[1] More recently, lymphadenoma
is thought to be a variant of trichoblastoma and the
latest WHO classification of tumors considers it to be
an adamantinoid trichoblastoma.[2] Our case confirmed
its benign process, since the patient developed the
lesion at age 13 and the nodule has persisted with
symmetrical outlines. The pathologic findings of
lobules of epithelial basaloid cells with a peculiar
palisading formation in a dense fibrous matrix with
consistent immunohistochemical stains support this
uncommon tumor, a unique subtype of trichoblastoma.
Cutaneous lymphadenoma is extremely rare in
the Chinese population. We reviewed the Chinese
literature and found that only two cases had been
reported, and both lesions occurred on the face of
young patients.[3] One patient, the youngest reported,
was 9 at the onset of lesion growth. In 42 previous

reported cases in English literature, there were only
2 Asian cases.[4,5] We suppose this could be due to
differences in ethnic background.
Cutaneous lymphadenoma usually presents as a skincolored nodule on the head and neck region of young
and middle-aged adult. Close review of the literature
revealed that the lesion in 39/44 cases, occurred on the
face, and 12/44 patients developed the lesion before
age 30. The incidence was approximately equal in both
sexes (24M/20F). Since the clinical appearance is not
characteristic, the lesion could be misdiagnosed as
basal cell carcinoma (BCC), solitary trichoepithelioma,
dermatofibroma, cyst or other adnexal neoplasm. The
definite diagnosis can be achieved based upon the unique
histopathological features. The main histopathological
differential diagnosis includes lymphoepithelioma-like
carcinoma of the skin, clear cell variants of syringoma
and BCC, while its difference from dermatofibroma or
cyst is obvious. Lymphoepithelioma-like carcinoma of
the skin lies in the middle and deep reticular dermis
and even hypodermis. It is characterized by nests and
cords of atypical epithelial cells and mitotic figures
are often present. The clear cell variants of syringoma
and BCC lack a prominent lymphocytic infiltrate.
Furthermore, clear cell syringoma is a multinodular
tumor characterized by glandular structures, while
clear cell basal cell carcinoma tends to present with
clefts between the tumor nests and the surrounding
myxoid stroma, and consecutive sections betray its
connection with the overlying epidermis or follicular
infundibulum.
Although cutaneous lymphadenoma appears to
be benign, complete excision is recommended.
For lesions which developed after age 30, basal
cell carcinoma was the most common differential
diagnosis.
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Generalized morphea developing
in a patient previously affected
with eosinophilic fasciitis
Sir,
A forty-four-year-old female presented with diffuse
swelling with brownish tender induration of forearms
and legs for the past one month. She had no history
of fever, joint pains, mucosal lesions, dysphagia,
dyspnoea, Raynaud’s phenomenon or proximal
muscle weakness.
The clinical examination showed minimally
erythematous areas of induration distributed
symmetrically over flexors of forearms and legs
[Figure 1a]. On raising the forearm, there was linear
furrowing along the blood vessels suggestive of dry
river bed sign. A clinical diagnosis of eosinophilic
fasciitis (EF) was made.
654

Investigations showed the presence of peripheral
eosinophilia (absolute eosinophil count -1206), raised
ESR (105 mm at the end of 1 h), raised IgG levels of
2000 IU/ml (N- 700-1700 IU/ml), positive ANA (1:100
in a speckled pattern), Anti Scl 70 and Anti centromere
antibodies were negative. The hepatic, renal, thyroid
profiles and chest radiograph were normal. The
histopathological examination showed the presence of
normal epidermis with the dermis showing widening
of the fascial planes and septae with predominant
eosinophilic infiltrate [Figure 1b and c]. Thus, the
diagnosis of EF was established.
The patient was started on oral prednisolone at the
dose of 60 mg and gradually tapered over three months
with subjective and objective improvement of the skin
lesions.
One year later, the patient presented with symptoms
of multiple reddish to dark colored lesions on the
trunk. The lesions were associated with itching and
tightness overlying the lesions. Similar lesions were
also present over the forearms and legs giving rise to
restricted movements at the bilateral wrist joints.
Both general and systemic examination were normal.
Dermatological examination showed the presence
of multiple ill-defined, depressed, hyperpigmented
plaques with thinned out; atrophic, shiny skin
overlying them [Figure 2a]. The plaques varied from
2 cm to 30 cm in their greatest dimensions. They were
present over the back, chest, abdomen and proximal
extremities. Rest of the cutaneous areas including the
acral areas, palms, soles and mucosae were normal.
The areas on the forearms and legs which showed
changes of EF earlier, now showed residual depression
of affected areas with prominence of veins traversing
the area [Figure 2b]. The clinical diagnosis was
generalized morphea (GM).
This time investigations showed a normal eosinophil
count with raised ESR (38 mm at end of 1 h), positive
ANA (1:100, speckled pattern), negative anti centromere
antibody and Anti Scl 70 antibody. Chest radiograph,
liver, renal, thyroid profiles and abdominal ultrasound
were normal. Histopathological examination showed
atrophic epidermis, thick deeply eosinophilic, closely
packed bundles of collagen in the reticular dermis
and subcutis with atrophic appendages confirming
morphea [Figure 2c]. The patient was started on
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