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Ribosomopathies are the diseases caused by ribosomal abnormalities. We
hypothesized that the selected mRNA translation by ribosomes should play an important role in the
disease onset. To investigate the molecular pathogenesis of ribosomopathies, we developed a
zebrafish model of Diamond-Blackfun anemia by knocking down a ribosomal protein gene RPS19 and found

that the genes involved in erythropoiesis and %chan biosynthesis were translationally
down-regulated. We also investigated the role of rRNA modifications in zebrafish and found that the
modifications are essential for the early development of zebrafish and a loss of the modification
leads to translational dysregulation of mRNAs. These results indicate that regulation of the
selected mRNA translation is associated with the pathogenic mechanism of ribosomopathies.
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