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            Abstract

            
               
Background: Angiolymphoid hyperplasia with eosinophilia, a benign vascular tumor is a rare entity. It is characterized by abnormal proliferation
                  of blood vessels with mixed inflammatory infiltrate in the background.
               

               Case: We present a case report of Angiolymphoid hyperplasia with eosinophilia in a women of age 47 years. She presented with multiple
                  nodules in the temporal region of scalp. Her IgE levels were normal. Chest X-ray and Skull X-ray was unmarkable and histologically
                  proven to be angiolymphoid hyperplasia with eosinophilia.
               

               Result: Multiple nodular lesion in the scalp was diagnosed as Angiolymphoid hyperplasia with eosinophilia.
               

               Conclusion: Angiolymphoid hyperplasia with eosinophilia, though a rare entity should be kept in mind for early intervention.
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               Introduction

            Angiolymphoid hyperplasia with eosinophilia represent the benign end of the spectrum of vascular tumors. This entity is known
               by various names which includes Epithelioid hemangioma, Inflammatory angiomatous nodule, Papular angioplasia and intravenous
               atypical vascular proliferation.1 In 1969, Wells & Whimster first described this rare vascular tumor.2 The etiology of epithelioid hemangioma remains controversial, whether it is a true neoplasm or reaction to trauma, however
               former is mostly favoured.3 It present as a single or multiple nodules in head and neck areas especially around the ear with predilection for middle
               aged women.4

         

         
               
               Case Report
               
            

            A 47 year old female patient presented with multiple nodular swelling in the temporal region of the scalp. She complained
               of itching and occasional bleeding. She had a positive history of trauma 2 months ago and the swelling slowly progressed in
               size during this time course. Chest X-Ray and Skull X-Ray was normal. Serum IgE levels were normal. Peripheral blood smear
               examination revealed eosinophilia with absolute eosinophil count of 750 cells per microliter.
            

            Dermatological examination revealed multiple erythematous nodular lesion with focal ulceration. These nodules range in size
               from 5cm in greatest dimension to 1 cm in greatest dimension located in left sided temporal region. A biopsy was carried out
               in one of the lesions and histopathological findings showed proliferation of small sized blood vessels lined by plump endothelial
               cells with occasional hobnailing in the background of dense inflammatory infiltrate composed of eosinophils, lymphocytes and
               neutrophils. Surgical excision of the lesion was recommended and patient refused surgery. Follow up of the case revealed a
               slight increase in size of the lesion.
            

            
                  
                  Figure 1

                  Multiple nodular lesions in the temporal region of left sided scalp.
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                  Figure 2

                  Microphotograph showing skin with underlying dermis exhibiting abnormal proliferation of blood vessels (a. hematoxylin and
                     eosin, 10 X). Microphotograph showing vessel lumen lined by plump endothelial cells with dense infiltration of eosinophils
                     and lymphocytes.
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               Discussion

             Angiolymphoid hyperplasia with eosinophilia (ALHE) is a rare slow growing tumor with unknown etiopathogenesis. It present
               as single or multiple red nodules ranging in size from 2 – 3 cm. It is most common in middle aged adults with predilection
               to females. ALHE most commonly occur in head and neck region especially in proximity to ears, however it can also occur at
               other sites like trunk and limbs, oral mucosa, tongue, breast, lymph node, bone and testis.5, 6

            Its pathogenesis is unknown, however the possible contributing factors are arteriovenous shunting, local trauma and elevated
               serum estrogen levels. The inflammatory cells are thought to play an important role in the proliferation of endothelial cells.
               Thus the theories of origin of this tumor is controversial and the leading members are a reactive process, infectious etiology,
               immunologic or neoplastic process.5, 7 
            

            The differential diagnosis of concern is kimura’s disease and is most common in Asian men. Here the patient present with lymphadenopathy,
               peripheral eosinophilia, increased serum IgE levels and immunologically mediated systemic involvement like membranous nephropathy.
               Histologically it presents in the deeper part with numerous lymphoid follicle formation, dense fibrosis and eosinophil microabscess.
               In contrast the ALHE shows numerous abnormal vascular proliferation with dense lymphocyte aggregates and eosinophils. These
               capillaries are lined by plump endothelial cells with hobnailing, with occasional cytoplasmic vacuoles.8

            Other differential diagnosis considered are Injection site granuloma, bacillary angiomatosis, epithelioid hemangioendothelioma,
               cylindroma and angiosarcoma.9

            The treatment of choice is surgical excision, however the other modalities that can be considered like cryotherapy, photodynamic
               therapy and application of imiquimod, which are providing promising results.10, 11

         

         
               Conclusion

            Angiolymphoid hyperplasia with eosinophilia though a rare entity should be considered when abnormal proliferation of blood
               vessels are seen. Though it is a benign lesion it does not regress without intervention, so prompt diagnosis is essential
               for further intervention.
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