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Abstract: Objective To summarize the clinical data of Camurati-Engelmann Disease (CED) with the treament of losartan combined with glucocorticoids,
and in order to provide reference for the clinical diagnosis and treatment of CED in China. Methods Clinical data were collected, including medical history,
physical examination, serum bone metabolism indexes, skeletal imaging and genetic testing, as well as information on treatment with losartan combined
with glucocorticoids and follow-up. Results A 14-year-old boy with progressive limb pain for 8 years, which could not be relieved by non-steroidal drugs
and affected his study and life. Physical examination showed a slender physique, thin subcutaneous fat, and a unsteady gait. The pain assessment was
8 points, and a 6-minute walking distance of 380 meters was observed. Abnormal serum bone metabolism indicators, bilateral symmetrical multiple
cortical thickening on X-ray images of the limbs, corresponding narrowing of the bone marrow cavity, and segmental distribution of lesions, with the most
significant being in the middle section of the shaft, without involving the metaphyseal and epiphyseal ends. The whole-body bone image showed narrowing
of the marrow cavity and thickening of the bone cortex in the limb bones. The genetic test found that the boy was heterozygous for the pathogenic variant
of the TGFB1 gene [c.652C>T (p.R218C)], and his father carried the same heterozygous variant, while the mother was the wild-type. His father had a
history of similar pain in his limbs that had been gradually relieved, and his bone images were the same as those of his son. The clinical, radiological and
genetic features were suggestive of CED. The children were treated with losartan combination with glucocorticoids. His good compliance could reduced
pain,increased activity tolerance, and improved bone metabolic parameters and bone imaging. Conclusion Losartan combined with glucocorticoids for the
treatment of CED in children has been clinically effective, with no significant drug-related adverse effects.
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