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Abstract: Eosinophilic pustular folliculitis (EPF) is a rare, chronic, itchy, aseptic disease. Although most cases of infantile EPF
(I-EPF) are detected in infants, we found that a 7-year-old child with I-EPF, who received treatment with oral azithromycin in
combination with topical narrow bound Ultra Violet B light (NB-UVB) irradiation, with no recurrence at follow-up. Our experience
with the successful treatment of this patient can provide a reference for more pediatric patients.
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Introduction
Eosinophilic pustular folliculitis (EPF) is a rare, chronic, itchy, aseptic disease.'” It is characterized by clustered or
circumscribed follicular papules and pustules on an erythematous base, with a central pattern of auto-healing and residual
hyperpigmentation. Histopathologically, inflammatory cells (mainly eosinophils) infiltrate the dermis and sebaceous
glands of hair follicles and are usually associated with the formation of eosinophilic microabscesses.’

Five cases of infantile EPF (I-EPF) were first reported in 1984 in children aged below 1 year.* However, it does not
just occur in infants. We found a rare case of a 7-year-old child with I-EPF. In this case, we report detailed information
about this child and provide the treatment plan. Our experience may help the diagnosis and treatment of related diseases

in the future.

Case Presentation

A 7-year-old boy visited the dermatology department of our hospital with recurrent papules and pustules on his scalp,
partly fused into patches, and associated with intense itching for 10 months. Topical mometasone furoate cream (Eloson,
Bayer Pharmaceuticals), 0.1% tacrolimus ointment (Protopic, Astellas Toyama), and oral cetirizine tablets (Zyrtec, UCB
Farchim SA) at 10 mg/d showed no significant improvement. The child denied having fever, aggravation of the lesion
after exposure to the sun, or a particular family history.

During dermatological physical examination, multiple papules and pustules of 1-3 mm were observed in the
background of erythema of the head, and the occipital lesions were merged into plaques (Figure 1A). Bacterial and
fungal cultures of the pustules were negative. The total leukocyte and eosinophil counts were 11.05x10° /L and 0.47x10°
/L, respectively, and the percentage of eosinophils was 4.3%. In addition, autoimmune antibodies against syphilis and
HIV were negative. Histopathological examination of the pustula revealed mild thickening of the epidermis, eosinophilic
pustules in the stratum corneum, eosinophilic infiltration around the sebaceous units of hair follicles, and diffuse
eosinophilic and neutrophilic infiltration in the dermis (Figure 1C-E)).

Based on the above-mentioned history and examinations, the patient was diagnosed with EPF. Considering the
7-year-old child without response to topical glucocorticoids, we administered oral azithromycin suspension (Zithromax,
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Figure | (A) At the initial visit, multiple papules, and pustules of |-3 mm in diameter were detected at the base of the erythema of the head, and the occipital lesions
merged into plaques. The black circle was the site of the biopsy. (B) After 3 months of the treatment (during follow-up), no obvious lesion or pigmentation was observed.
(C) Mild thickening of the epidermis, eosinophil and neutrophil infiltration around the hair follicle, diffuse eosinophil and neutrophil infiltration in the dermis, and the pustule
under the stratum corneum (HE*100). (D) Pustule was found in the stratum corneum (HEx200). (E) Abundant eosinophil infiltration was mentioned around the hair follicle
and inside the hair follicle (HEx200).
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Pfizer) at 0.2 g/d combined with topical narrow bound Ultra Violet B light (NB-UVB) (ss-09B-10, Shanghai Sigma High-
tech) thrice weekly. The initial dose of NB-UVB was 0.2 J/cm?, which was increased by 0.1 J/cm? for each treatment,
with a maximum therapeutic dosage of 1 J/cm®. After 2 weeks of treatment, the lesion began to subside, and the
azithromycin suspension was removed. After 4 weeks, the lesions primarily faded, and NB-UVB was administered once
weekly. After 2 months, the NB-UVB treatment was stopped. Slight hyperpigmentation occurred during treatment but
recovered during follow-up. No recurrence was observed during follow-up (Figure 1B).

Discussion

EPF is a rare, chronic, itchy, and aseptic disease, which was first reported by Ofuji."* According to Nervi et al,” EPF can
be divided into three major types: classical EPF, immunosuppression-associated EPF, and I-EPF. I-EPF shows aseptic
papules, similar to classical EPF, but is not characterized by a circular arrangement. It develops primarily on the scalp
and occasionally spreads to the face and extremities.® Although the clinical presentation is different, there are identical
pathological features between I-EPF and classical EPE.’

However, I-EPF does not only occur in infants. Nomura et al® reported 63 patients with I-EPF, aged from a few hours
to 9 years (median/mean 0.5/1.3 years), and discovered that most of them occurred within 2 years of age. Furthermore,
Hernandez-Martin et al® reviewed 15 patients with I-EPF and found that approximately 70% had onset before 6 months,
whereas 5% had their first onset after 14 months. Although our patient was a 7-year-old child, we diagnosed him with
I-EPF via clinical presentation, laboratory tests, and histopathological characteristics. However, I-EPF usually lacks
specificity and can be similar to certain common diseases, such as acne, fungal infections, and eczema.” Thus, the
pathological examination can be the final method for confirming the diagnosis.”

There are no unified treatments for EPF; however, abundant evidence suggests that the key is the normalization of
Th2 immune dysregulation.” Although indomethacin is the choice of treatment for classical EPF with 84% effectiveness,
Nomura et al® found that indomethacin or other NSAIDs should be avoided in I-EPF. The primary treatments for I-EPF
include topical corticosteroids and systemic erythromycin. Second-line treatments include systemic antibiotics and
topical 0.03% tacrolimus cream.'® Additionally, UVB is considered the treatment for EPF with minimal side effects. It
successfully treated HIV-associated refractory EPF in 1993 and 1998, and no treatment failures were reported in
subsequent treatments.'' Apparently, NB-UVB has a higher safety profile and better efficiency than UVB.'?
Therefore, we opted for oral azithromycin combined with topical NB-UVB irradiation, and the children responded
well without recurrence.

Conclusion

As a rare disease, the diagnosis of EPF should be combined with medical history, laboratory tests, and histopathology. In
particular, caution should be exercised when safely diagnosing and administering I-EPF. Our experience with the
successful treatment of this patient can provide a reference for pediatric patients for whom topical glucocorticoids are
ineffective.

Abbreviations
EPF, eosinophilic pustular folliculitis; I-EPF, infantile eosinophilic pustular folliculitis; NB-UVB, Narrow Bound Ultra
Violet B Light.
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