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    Dear Editor,


    We report a case of a 22-year-old male with numerous skin-colored, partly confluent papules over whole face [Figure - 1]a and [Figure - 1]d, 3 months after an attack of toxic epidermal necrolysis (TEN), induced by Ibuprofen and Tenoxicam, which involved face and >90% of total body surface area. Treatment for TEN included systemic corticosteroids, intravenous immunoglobulin and Etanercept, in addition to supportive management and wound care, without debridement, skin grafts or other surgical procedures. He recovered with ophthalmic and dermatologic sequelae including corneal erosions, nail dystrophy, postinflammatory hypopigmentation, and hypohydrosis. Dermoscopic examination showed numerous white-yellowish globules [Figure - 1]b. Histopathology from the facial lesions revealed multiple sebaceous lobules that directly open to the epidermis without connection to hair follicles, indicating the diagnosis of ectopic sebaceous glands [Figure - 1]c. Treatment with oral isotretinoin 20 mg daily led to gradual improvement by the 2nd month [Figure - 1]e. After 10 weeks, isotretinoin was tapered to 20 mg every 2 days and further improvement with obvious flattening of the papular lesions was observed after 6 months of treatment [Figure - 1]f.
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        	Figure 1: (a) Disseminated skin-colored, partly confluent papules over whole face in a 22-year-old man (b) Dermoscopic findings of his face (c) histopathology revealed numerous sebaceous lobules that directly open to the epidermis without connection to hair follicles (H and E, ×100) (d) before treatment (e) after one month of oral isotretinoin treatment (f) after 6 months of oral isotretinoin treatment.
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    Dermatologic sequelae are the most common long-term complications of Stevens–Johnson syndrome (SJS) and TEN, with post-inflammatory dyspigmentation, abnormal scarring, eruptive nevi, nail dystrophy and chronic pruritus among the most frequently reported changes.[bookmark: ft1][1] Disseminated eruption of ectopic sebaceous glands is a rare complication after SJS/TEN, with only three reported cases in the literature.[bookmark: ft2][2],[bookmark: ft3][3],[bookmark: ft4][4] The affected patients, including the current one, were young people, aged 17, 27, 21, 21, respectively, when TEN occurred, and developed the skin changes 3–4 months after skin lesions healed. The diagnosis was confirmed by histopathology, which distinguishes from sebaceous gland hyperplasia. Numerous enlarged gland lobules with the association to a hair follicle can be seen in sebaceous gland hyperplasia, but ectopic sebaceous glands open directly onto the epidermis with no connection to hair follicles.[bookmark: ft5][5] No gender or ethnic predilection was found. The offending drug of TEN varied from antibiotics, analgesics to anti-epileptic drugs [Table - 1].
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        	Table 1: Cases of disseminated ectopic sebaceous glands eruption after SJS/TEN reported in literature
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    The pathogenesis for the disseminated eruption of ectopic sebaceous glands after TEN is yet unknown. Damage to the pilosebaceous unit and destruction of hair follicles occur during epidermal necrolysis. It is suggested that cytokines and growth factors related to skin healing following SJS/TEN could contribute to sebaceous gland proliferation as well as to the development of eruptive nevi.[bookmark: ft2][2],[bookmark: ft6][6] Due to abundant sebaceous glands in the face, this could explain the facial predilection of the disseminated eruption of ectopic sebaceous glands.[bookmark: ft3][3]


    Treatment is so far empirical. In the three previous reports, invasive procedures were attempted, such as resurfacing laser or dermabrasion treatment, with only mild improvement and frequent recurrence.[bookmark: ft2][2],[bookmark: ft3][3],[bookmark: ft4][4] Oral isotretinoin has been tried, but the results were unclear.[bookmark: ft2][2] Our case showed a rapid satisfying response to oral isotretinoin up to 6 months. Further observation of more cases is required to see the long-term effect.
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  Figure 1: (a) Disseminated skin-colored, partly confluent papules over whole face in a 22-year-old man (b) Dermoscopic findings of his face (c) histopathology revealed numerous sebaceous lobules that directly open to the epidermis without connection to hair follicles (H and E, ×100) (d) before treatment (e) after one month of oral isotretinoin treatment (f) after 6 months of oral isotretinoin treatment.
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  Table 1: Cases of disseminated ectopic sebaceous glands eruption after SJS/TEN reported in literature
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Case report  Gender Ethnic Underlying Age Drug associated Time between Treatment and response
origin medical with TEN TEN recovery and
condition onset of ectopic
disseminated
sebaceous glands
Moosbrugger Female  Caucasian Mood disorder 17 Lamotrigine 4 months Recurrence after fractional laser
201181 resurfacing, start oral Isotretinoin — result
not mentioned
Park2016%  Female Asian None mentioned 27 Amoxicillinor 3 months Resurfacing Er: YAG and CO, laser
Acetaminophen with topical tretinoin cream — slight
improvement
Habre2016% Male  Caucasian Nonementioned 21  Oxcarbazepine  Not specified Mechanical dermabrasion — slight
improvement with recurrence in weeks
Currentcase  Male  Asian Nil 21 Tbuprofenand 3 months Oral Tsotretinoin 20 mg daily. tapered

Tenoxicam

within 6 months (total dose 2660 mg) —
eradual flattening of lesions by one month
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