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have a similar pathophysiology. The events leading to 
elastosis are likely to be caused by lysosomal labilizers 
like ultraviolet and infrared radiation with release of 
lysosomal enzymes that damage collagen of the dermis 
leading to accumulation of altered elastotic tissue.[3]
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Reactive eccrine 
syringofibroadenoma on a 
leprous foot

Eccrine syringofibroadenoma (ESFA) is a rare benign 
neoplasm with eccrine ductal differentiation. The 
condition usually presents as a solitary, often large, 
hyperkeratotic plaque or nodule with a predilection for 

the extremities but may have several clinical variants 
and associations. The histopathology of the condition 
is distinctive[1] and shows thin anastomosing epithelial 
cords and strands forming a lattice and connected to 
the undersurface of the epidermis. Ducts are present 
within the tumor, which is embedded in a rich 
fibrovascular stroma. Five subtypes are recognized: 
(1) solitary, (2) multiple with hidrotic ectodermal 
dysplasia, (3) multiple, without associated cutaneous 
findings, (4) nonfamilial unilateral, linear (or nevoid), 
and (5) reactive, associated with inflammatory or 
neoplastic dermatoses.[2] We present here a case of the 
reactive type in association with leprosy. We were able 
to find only two previous reports of leprosy‑associated 
reactive eccrine syringofibroadenoma.[3,4]

A 52‑year‑old man was referred to us for the 
evaluation of an ulcer over his left sole for the last 
two years. The patient had a history of borderline 
tuberculoid leprosy involving his left lower limb and 
trunk, and he was released from treatment three years 
previously after completion of multidrug therapy. 
His foot had remained insensitive since then and he 
developed thickening of the sole with an ulcer for 
which he was treated intermittently with various 
medications. His family history and past medical 
history were unremarkable. Examination revealed 
thick keratoderma involving the posterior two‑third 
of the sole of the left foot and a deep‑seated ulcer 
with a clean floor on the lateral side of the sole within 
the keratotic area [Figure 1]. The foot and lower leg 
was insensitive to touch and pain. There was no 
nerve thickening or regional lymphadenopathy. 
The remainder of the mucocutaneous and systemic 
examination was non‑contributory. Routine 
laboratory examinations and serum biochemistry 
panel were normal. No abnormality was detected on 

Figure 1: Keratoderma and ulcer on the left sole
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Figure 2: Anastomosing thin cords of epithelial cells containing 
luminal structures within a fibrovascular stroma. (H and E stain; 
original magnification ×l00)

Figure 3: Ductal lumina are seen within the anastomosing 
epithelial cords. (H and E stain; original magnification ×200)

X‑ray of the foot. Culture from the ulcer was sterile 
and slit skin smear from the lesions was negative. 
Biopsy from the ulcer showed features of chronic 
non‑specific inflammation, while the specimen from 
the hyperkeratotic area showed hyperkeratosis and 
thin anastomotic strands of epithelial cells emerging 
from the undersurface of the epidermis [Figure 2]. The 
strands were embedded within a fibrovascular stroma 
and contained eccrine lumen‑like structures at certain 
places [Figure 3]. Based on the history, clinical findings 
and characteristic histopathology, a final diagnosis of 
trophic ulcer in a treated case of leprosy with reactive 
syringofibroadenoma was made and the patient was 
advised conservative management with appropriate 
foot care, topical emollients and keratolytics, and 
regular follow‑up. Clinical review after six months of 
presentation revealed signs of healing of the ulcer and 
mild improvement of hyperkeratosis.

The phenomenon of occurrence of eccrine 
syringofibroadenoma next to inflammatory dermatoses 
and tumors, often in an acral location, has been called 
reactive eccrine syringofibroadenoma. For the diffuse 
reactive form, the terms ‘acrosyringeal adenomatosis 
and ‘eccrine syringofibroadenomatosis’ have been 
suggested as appropriate designations.[1] Fewer than 
25 cases of reactive eccrine syringofibroadenoma 
appear to have been reported in the literature. This 
reactive change has been previously reported to occur 
in association with palmoplantar erosive lichen planus, 
bullous pemphigoid, burn scar, ileostomy stoma, 
venous stasis, nevus sebaceous, and chronic diabetic 
foot ulcer.[1,2] Reactive eccrine syringofibroadenoma 
associated with lepromatous leprosy has been 

documented previously, the patient having multiple 
verrucous plaques over the foot.[3] Partial spontaneous 
regression of such a lesion has been documented.[4] 
The condition has also occurred on diffuse plantar 
hyperkeratosis, as in our case.[5] The pathogenesis of 
reactive eccrine syringofibroadenoma is uncertain, 
and it has been suggested that it may result from 
repeated eccrine duct trauma resulting in eccrine duct 
remodeling and repair.[6] Such traumatic events are 
more likely to result from the insensitivity of the feet 
caused by leprosy. The possibility of a neuroeccrine 
interaction, with sympathetic neuropathy in leprosy as 
a contributing factor in the pathogenesis has also been 
considered.[3] Moreover, most cases of the reactive type 
occurred on the lower legs or feet in association with 
conditions of impaired blood circulation.[7]

Eccrine syringofibroadenoma generally pursues a 
benign course. However, excision of the lesion is 
recommended for solitary circumscribed lesions since 
malignant transformation has been reported. Since 
the risk is very low, close observation and follow‑up 
is an alternative, especially when complete excision 
is impractical due to involvement of larger areas as in 
our case.[2]
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Hyperpigmentation along 
Blaschko lines

Sir,
The lines of Blaschko represent the routes of ectodermal 
cell migration from the neural crest. Various inherited 
and acquired disorders of hyperpigmentation have been 
described along these lines. Different descriptive terms 
for these disorders include “linear and whorled nevoid 
hypermelanosis” (LWNH),[1] “progressive cribriform 
and zosteriform hyperpigmentation” (PCZH),[2] “zebra‑
like hyperpigmentation in whorls and streaks,”[3] 
and “reticulate hyperpigmentation in a zosteriform 
pattern.”[4] These designations do not encompass 
the entire spectrum of clinical manifestations and 
therefore these pigmentary anomalies need to be 
reclassified along with other mosaic disorders.

An 18‑year‑old male presented to the dermatology 
outpatient clinic of Lok Nayak Hospital with 
asymptomatic patchy hyperpigmentation on his torso 
and right upper limb. Uniformly pigmented, dark 
brown macules of size 0.1–1 cm, with irregular and 
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well defined margins, were arranged linearly, along 
the lines of Blaschko, from the xiphi‑sternum to 
the palmar aspect of the right thumb in an inverted 
U pattern, forming an arc on the upper chest and a 
V pattern on the back. [Figures 1 and 2]. His face, 
mucosae, eyes, hair, teeth and nails were spared and 
systemic examination was within normal limits. The 
skin lesions had initially appeared a year ago on the 
volar aspect of his forearm and gradually progressed 
to their present extent over a period of 6 months. 
For the past 6 months, there had been no change in 
the number, size or color of macules. There was no 
history suggestive of preceding inflammation, blisters, 
or verrucous lesions. His growth and development had 
been normal and family history was not contributory.

Histopathology revealed increased melanization of the 
basal layer with patchy small foci of normal basal layer 
pigmentation, in the absence of dermal melanophages 
and pigment incontinence [Figure 3].

Mosaicism, leading to the proliferation and migration 
of two mixed populations of melanocytes with 
different potential for pigment production, is the 
most likely cause of pigmentary disorders along the 
lines of Blaschko. Inherited and/or nevoid disorders 
of hyperpigmentation that follow these lines include 
LWNH, third stage of incontinentia pigmenti, and 
early stage of epidermal nevus. Acquired mosaic 
pigmentary conditions include hyperpigmentation 
secondary to linear lichen planus (pigmentosus) and 
linear fixed drug eruption. [1,2]

Linear and whorled nevoid hypermelanosis was 
first defined by Kalter et al.[1] in 1988 as a sporadic 
pigmentary anomaly occurring within the first few 
weeks of birth, characterized clinically by swirls and 
streaks of macular hyperpigmentation along the lines 
of Blaschko and histologically by epidermal melanosis 
without pigment incontinence. It tends to spare the 
mucous membranes, eyes, palms, and soles, and has a 
possible association with congenital anomalies. Zebra‑
like hyperpigmentation described by Alimurung[3] was 
probably the same clinical entity, although described 
in a dermatomal distribution.

Progressive cribriform and zosteriform 
hyperpigmentation was first described by Rower et al. 
as uniformly tan cribriform macular pigmentation in a 
zosteriform distribution, with no evidence of preceding 
inflammation, and histologically characterized by 
basal layer hypermelanosis. It has an onset well after 
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