©
2020 2023

Menkes

Dissolived Disulfiram resucues mice model of Menkes disease

Mitsutoshi, Munakata

3,200,000
Menkes ATP7A
Disulfiram(DSF) DSF DSF
Menkes
Menkes
Disulfiram

Menkes disease is a severe X-chromosome-linked disorder caused by mutations
in a copper transporter, ATP7A. Disulfiram (DSF), a drug used for alcohol addiction treatment, forms
a complex with free copper in diet and in body tissue and delivers copper to the brain. In the
present study, oral administration of oil-dissolved DSF stably rescued Menkes® disease model mice,
accompanied by increased brain weight and copper concentration in the brain. Increased DSF dose,
however, reduced brain weight gain. Careful monitoring of DSF concentration might be required for

the future clinical use.
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