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A case of  cutaneous focal bilirubin deposition in a man 
with jaundice
Sir,
Spontaneous appearance of a green pigmented cutaneous rash is 
an unusual clinical finding and it may present in certain medical 
scenarios such as chloroma, second stage of well’s syndrome, 
copper deposition in the hair and nails and pseudomonas 
infection.1 However, such kind of unusual green pigmentation on 
the palms and soles also happens to be associated with underlying 
hyperbilirubinemia. In the literature, till now very few cases have 
been reported.1‑8

A 65‑year‑old male presented with a 10 days history of an 
asymptomatic progressive skin rash on his bilateral palms and soles. 
Patient complained of progressive jaundice and flatulence for about 
2 months and was recently diagnosed with cholangiocarcinoma. 
There was no fever, sweating or any other symptoms. Physical 
examination revealed multiple, discrete, green to black, 1–2 mm 
pin point macules mainly on the palms and soles, especially on 
the volar and lateral aspects of the fingers and dorsomedial aspects 
of the toes [Figures 1 and 2]. The green punctae were distributed 

Figure 1: Multiple, discrete, green to black, pin point macular rash on the palms

along the dermatoglyphic ridges. Patient denied any recent use 
of topical or oral medications. He also denied any contact with 
greenish dyes or substances. Histopathological examination of 
the lesional skin biopsy indicated hyperkeratosis, parakeratosis 
and deposition of a pink amorphous substance within the stratum 
corneum [Figures 3 and 4]. The gram stain, potassium hydroxide 
examination and hall stain (if positive indicates a yellow hue) 
were negative. Tissue cultures for bacteria and fungus were also 
negative. Liver function test indicated elevated levels of total 
serum bilirubin (20.1 mg/dl). Patient underwent an elective pylorus 

Figure 2: Multiple, green to black pin point macules on the soles
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sparing pancreaticoduodenectomy. Two months after the surgery, 
the total serum bilirubin levels decreased to 0.9 mg/dl and were 
within the normal range (0.3–1.1 mg/dl). No further recurrence of 
the skin lesions was observed since then. According to the clinical 
and laboratory findings, a diagnosis of cutaneous focal bilirubin 
deposition was made.

Spontaneous appearance of a greenish pigmented rash on the palms 
and soles in patients with hyperbilirubinemia is a rare entity. Kanzaki 
and Tsuda were the first to report it in two patients, one with non‑A, 
non‑B acute hepatitis and the other recovering from a bypass surgery.2 
Over the years, similar rash has been reported in patients suffering 
from cholecystitis, choledocholithiasis, cholangiocarcinoma, 
adenocarcinoma of the gall bladder, biliary atresia, alcoholic liver 
cirrhosis and invasive duodenal adenocarcinoma.1,3‑8 Usually, it is a 
greenish yellow pigmented rash with black‑brown pin‑point macules 
or papules or vesicles usually distributed along the dermatoglyphic 
ridges where eccrine sweat glands open. Moreover, in all of the 
reported cases, the rash was located only on the palms and soles, 
the location where eccrine glands are abundant.1‑8 Our patient also 
had strikingly similar features on his palms and soles along with 
marked hyperbilirubinemia secondary to cholangiocarcinoma. 
The transient association of a green pigmentation with underlying 
marked hyperbilirubinemia and its resolution on correction of 
the serum abnormality supports the deposition of bilirubin and/or 
metabolites into the skin as the probable mechanism for the clinical 
presentation.3 In 1992, Kanzaki and Tsuda regarded this eruption 
as a variant of eccrine chromhidrosis (a condition characterized 

by excretion of water soluble pigment from certain dyes or drugs 
through the eccrine sweat glands). They hypothesized that direct 
water soluble bilirubin is excreted into the stratum corneum through 
the eccrine glands eventually where it gets oxidized to biliverdin.2,3 
Fever and perspiration can also be considered as contributing 
factors but may not be present in all cases.1 However, the special 
staining for bilirubin and/or metabolites did not yield any significant 
outcome. As reported in the literature, only two cases have shown 
positive results for bile stain.1,4 This may be due to the unavailability 
of optimal techniques to detect the presence of cutaneous bilirubin 
metabolites. Apart from the cutaneous deposition, bilirubin 
metabolites also tend to get deposited in the hard dental tissues 
secondary to hyperbilirubinemia during dentition. This contributes 
to the characteristic greenish discoloration of the permanent and 
deciduous teeth in individuals with congenital biliary atresia.9

Cutaneous focal bilirubin deposition is a very rare entity since 
not all patients with hyperbilirubinemia present with such a 
phenomenon. Diagnosis is usually based on the classic clinical and 
histopathological findings. However, certain medical scenarios such 
as chromhidrosis and pseudochromhidrosis need to be ruled out. We 
would like to report a case of cutaneous focal bilirubin deposition 
and would also like to highlight the fact that this condition can be 
considered as the cutaneous sign of underlying hepatobiliary disease.
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Figure 3: Hyperkeratosis and amorphous pink material in the stratum corneum 
consistent with bilirubin (arrow) (H and E, ×100)

Figure 4: The presence of amorphous pink material in the stratum corneum 
consistent with bilirubin (arrow) (H and E, ×400)
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Papillary eccrine adenoma associated with 
syringocystadenoma papilliferum
Sir,
Papillary eccrine adenoma, first described by Rulon and Helwig 
in 1977, is an uncommon, longstanding, benign tumor of sweat 
glands, usually located on the extremities of darker skin individuals, 
especially females.1 Clinically, it presents as an asymptomatic, 
occasionally painful or pruritic, solitary, firm dermal nodule, 
though other clinical variants have been reported.1,2 Although 
malignant transformation of papillary eccrine adenoma is very rare, 
complete excision of the tumor or Mohs micrographic surgery is 
preferred.2,3 We report a case of papillary eccrine adenoma with 
syringocystadenoma papilliferum, for its rare presentation.

A  15‑year‑old boy presented with asymptomatic, pinkish, 
raised lesions on back of 5‑years duration. The lesions slowly 
progressed to the present size. On examination, multiple grouped 
pink to violaceous, dome‑shaped, coalescing papules of size 
0.5 cm × 0.5 cm, with perilesional hyperpigmentation, were present 
on the left lateral aspect of lower back in the paravertebral region. 
A few papules showed central umbilication, while others showed 
erosions [Figure 1]. Punch biopsy from a papule revealed thick 

stratum corneum, acanthosis and mild spongiosis with dense 
band‑like inflammatory infiltrate composed of lymphocytes and 
histiocytes in upper dermis. Mild dermis showed variable‑sized 
dilated tubular structures lined by two layers of cuboidal epithelium 
with stratification at places. The lumen contained amorphous 
and granular eosinophilic secretions. Intervening stroma showed 
fibrovascular tissue. Features were consistent with papillary 
eccrine adenoma [Figure 2a]. It showed positivity to S100 and 
epithelial membrane antigen [Figure 2b and c]. Punch biopsy from 
another papule showed orthokeratosis, acanthosis and downward 
cystic invagination from the epidermis. The upper portion of the 
invagination was lined by keratinized squamous cells and lower 
portion showed papillary projection into the cystic cavity, lined by two 
rows of cells. Luminal row of cells was composed of high columnar 
cells with oval nuclei and faintly eosinophilic cytoplasm; outer row 
of cells was consisting of small cuboidal cells with round nuclei 
and scant cytoplasm. At some places, luminal layer was arranged in 
multiple layers. Dermis showed lymphoplasmacytic inflammatory 
infiltrate. Features were consistent with syringocystadenoma 
papilliferum [Figure 3a and b].
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